s Fad 5

NN I N R R A e A B RIS L S
BIF 58 Pk SR 3R 5
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KKk SMAEEHIEPDLRIRBNEEREEMRBBICLIIMARE k5 ks sk ke sk ki

JBEIE PR & W RAE IS 35
SUBEIE T EEDE IR E P & (non-cross trigonal i) D F i

Z2N
i)

B

Eﬁ%ﬂbﬂ

i e PR 4 3 e (VUR) 1B IR B « BESR BRI
BEBEIR D IRE « B~ T D Z LIk Y, FEA,
MR, FE72 EDORBBEIEREZEL, KET
BB LB A BMBEEERE L 6T
RIBTH D, SBIRIRE S L CHEI X 28
DEFRE F Y AHF (Open-UCN) (35 < FE#EHTA T
Bolzid, BIETIERENL I Z OFM %2172 I8
WEBT FIEBEPN FiT (Lap-UCN) 2MREEA & LT
1T & T3, Lap-UCN 1L BRIE F47 0 Cohen
il 7%@’(75@??52}%‘(0‘5 L2>L 72235 Cohen
EITBEMENIC IR E 2 FBI L, BEDEN TIRE 22824
é‘tﬂféﬁ(ﬁf&bétﬁ), RFPRE DL EFNC
BOTE 2R T b R VEDBHERTE 20
AEEERH Y, FREEN L TCREICNESIZ
AT HZ ERTE RN, MR A, fE
BB OBICE#W T 22 LR FREND, Z
AU K D IERGEPRE & LT, Open-UCN TitJR
BN % S BITREMNICEE) S ¥ % Glenn-Anderson
EPBITSNTWDER, BWIET Fr xR
PEGLT, VUR 235%77 L Cohen 512l TIAHE
BAENLE D EEND, ZD=HH Lap-UCN 2B
7 % Glenn-Anderson £ 1IN F 72 Hi 4T S L 7= W45
MRV, REBIHES A2 BE Lo b
Glenn-Anderson #E%1T 9 Z LT LY, 1RO

#®, R #  l B ME—RR
%
B #

Glenn-Anderson 28 {512 X % Lap-UCN O 5% ik
i, ANEIEIHEEZ BT L, AiXofF kLR
AT DUV TEIG L 7=,

WMREFE

YR T 2020 4£ 3 H — 2022 4£ 6 H ORI ALN
K& MAT L= VUR 2B T 5 BE %% T ENICRKR
F L7z, MGoRFYE R (A, M, fH, &
8, VUR @ Grade), FEHIAT R (FARiReR, i
MR, AR, BEREAEOHE), i
3N H%D VUR HERIZOWTHE L,

B R

ML 184, BEBEFITERIALILIA, A
in 87 77 (46-115), AH 21.7kg (145-29.8) (%
Rl IME R/ ME—fcKME)) Th o7z, BN
FERA N, A2 A, mIfEl 12 A, K VUR Grade

I% Grade V : 4 R, GradeIV: 14 JR%, Grade I :
6J7?<%-$: Grade Il : 4 JR%, Grade 1 : 2 [RETH -

%ﬂf’ﬂ%ﬁfﬁéﬁﬁ VR I 28 148 4y (133-174),
Wﬁl 2% 190 43 (115-243), FEXJAFZHIMIT 2.1
H, J& 8 & O 1% 1§ T Clavien-Dindo 53 %
Grade I (FZIREILT) ThHoto, it 3202HT
BEAT U 72 BE PR RIS Dt PR 18 18 B M A Tl 4245 VUR

M LA D Z LR THD LEXD, 4, Z OHEKERT,

@ Glenn-Anderson 15251512 X % Lap-UCN % #i 7=

AR E LT S DN/ NRERESE LT # FE

BEL, 184X L THAT L7z THET %, Glenn-Anderson Z /512 & % Lap-UCN [Z5 H T
MRS EhERE ¥ —  WRER
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NALELEZ BN,

AR D 25 T R 15100 B DT 0D %) S i

moN B AT, WoB AR K E R &
[ A Al S 1 N £ & N = - ¢

IFC®HIC

MR ERIZIE (NMS) 3@ E R THEE R 2
2L, FHEOBERENIZEHET 5, B
BERT (VflapiE) V1%, 207 Fu—FIZBWT,
AL b, A, bivbnORER L Ee %
JEIZ, Vflap iIEOREMRFE LT,

MREFE

®Gix, 2017 3 A5 2022 £ 3 A £ TIT,
W BE T H I F 1S K D /N VLR 5 MR B e 5 5
BEWN 22T, BREEL0FH L7556 6] (B
24 Bl& R 31 ) TH o7z, JEIE BT FRE 2
50 i, SMA 226, A ha 7 ¢ —5 24,
TRMEIFANF =211 ThH -7, GMFCS i3I,
Level V723 49 Bl & S 7z, WFRGEEAIRYH 5 4
WHIE LTV e, ZAUHIZBWT, V flap 355
B & FERIRRZ AT, v, PR 42, ARE
$1Z B8 LTI Fisher's exact test &, k2%
L Ti& Mann-Whitney U test Z H N THEAT L 7=,

#w R

V flap FIFEE & FERI AR LS9~ 5 &, IRATA
T PR, FHFEEERS, BMI, SPO, TAMA, H
A9, KY), INETRAERFO Hb & TP, GMFCS IZ
HEZF2L, ME—, AT Cobb AICEN R BNz,
JEMTHAR - RRE R, B e, AR
IR 35. 5 EELL FRERCIF, FINK TR, T
7R, IR P H &, 35 Cobb £ % IE =R, SPO

DB/ ERIIHITFHIAEEZITIRON R o T,
surgical site infection (SSI) IZIFFEEL T\
7273, SSIANE V flap IEFRIABEZ T IZRAEL TW
7o (£1,2)

E Xt )
BT 2 A T 2 /N AR A PR B E R
W LT, VilapiEEFIHT D2 &Ik, F
HEBOBEREE T2 & FINIMITTX
TUWz, SSI~DEEICEI LT, BEDSEFIE T

1 HEME FHEER 1
V.flap

Factor Group no yes p.value

el girl 10 21 0.765
boy 6 18

TADA no 4 7 0.712
yes 12 32

=k no 6 22 0.245
yes 10 17

GMECS I, I, I 1 0 0.291
v, v 15 39

=Y) no 12 36 0.175
yes 4 3

VPShunt no 16 36 0.548
yes 0 3

SSI no 16 34 0.306
yes 0 5

MAMROMR, TADAFE BEEFRE GMFCSLANIL, R
YIEE, VPshunt BE, BEREREICEALT, V-flapzofBE
B CHETEMBREEII LD o 7,

MR)NRSL Z EH EFE v 7 — AR
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=2 mMExx FHMEER?2
vflap B/ 25 % AF4 T 5% K P

FHTIFAE no 115 12.5 14.8 15.6 17.2 0.491
yes 10.4 12.8 13.5 14.6 19.6

BMI no 9.6 11.2 13.1 13.9 18.7 0.29
yes 9.3 11.8 13.6 15.1 20.7

FHTHE T IR no 34.5 36.2 36.7 37.3 38 0.22
yes 34.1 35.8 36.4 37 38.5

A PR R AR TR ot R 1] no 0 45 120 210 420 0.668
yes 0 30 105 180 462

Cobb 4 55 F= no 48.2 55.1 63.4 67.4 79.4 0.731
yes 34.7 52.1 61.3 71.3 87.1

SPO 4G 1E 3 no 47 63.1 73.1 84 93.1 0.765
yes 21 59.3 69.6 82.5 100

07 i £ no 386 585 1,019 1,336 1,960 0.41
yes 275 644 1,911 1,626 5,156

[T T A 2 no 15 16 16 16.2 18 0.981
yes 15 16 16 16 17

Hb no 11.2 13.8 14.1 14.8 17 0.101
yes 10.1 13 13.6 14.6 16.9

#FHIT Cobb 4 no 50 79.5 90.5 106.2 141 0.0176*
yes 65 95.5 108 117.5 141

RIPE A IRE ] no 33 415 45 52.2 68 0.867
yes 22 38 48 59 224

SPO no 0 21 34.5 43 68 0.179
yes 13 31.5 38 47 62

PR no 307 383 403 471 497 0.262
yes 287 382 446 488 608

TP no 6.1 6.9 7.2 7.6 8.2 0.32
yes 6.1 6.8 7.1 7.4 8.8

MERRICENT, V-flap HZEEEBE ICEISSNAERNHY, BRISEEIN TV,

AR AR A A

ICE STV oT,
SSI A V flap FIHBEZ FIZHEL TWDHZ &%

Lol

FEZDH L, SBROEFBINC XV TR RICEL
WAL DAREMDH D12, 4% BIEELTAHT

I/\<O

X #k

1) R /I

JEAMEE 2004;55:1493-1502.

IRETEA R B OB & IR /NEFAE
IR DBUIR & 4 1% D e 2 MR oD R E. B
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ZIZH1F2 Bl X B fRo

Deep Learning 2 Wil BB D FIFEITOWT

N
iy

=

FIARR BRI O kg & LT Tk % Bl
X MR OFTIL, FFITREBROD IV ERIIZE -
THLWZ ERHD Y, £z, WD O ITHM X
A CIEFGEMNICOEIN A ORI, &
BHERE CREDRALINDIBINSH H 2 & 2Ry
LTHEY Y, HERIRY £ < OFICBE D
ITHZENLEE LV ERRTNS,

Tk 30 EN D AEE o LS RS ORI
PRV, 2EOBIBEIZB VL TEHAED 10 %Ll E
IR (B8 MTbhbdZ L xHEEE S
7o ORI 2HHEE RS 21T O REl O
HENREEN D, ﬁﬁﬁi&Eﬁiﬁ@%wm
Wi, 9L bxigILEEN B
@#%A/74%%%¢5_k#l%ﬁﬁﬁm%
2L BN, TORD, LIES < oML
X MRERIC L D “IREZICL —EOTRER D D &
FiAEND,

% Z Thbiulx, Deep Learning IZ [CRES
R 2 IS L, %%h%m@ﬁﬁﬁxﬁﬁ
OB % BT D HEIFORIE 2T, /N
Fifia% & U CERE L72% < O Ml X f i &
O GLaR & 7 — % & L ClEf{%583% FH Deep
Learning &7 /L& Fl#3 40X, FLIREIHEERE
X BRI 2> O BRE EE I B B WL &2 Fa v BT
HIENTEDHOTIEHROD, EWVIREDD
L, Rt EITo 7,

F &

2010 4F 4 H — 2021 4E 5 B 1256 KMk B A
BEWTCHEIIT STz, HE2 5 12 DA 650 4
Tt Uiz, W2 B A X #RE 650

B ®
)

MowE o, " W T

Bon b EnEN OB % &t a2t ik
&, HEBEfsOBRBITAARKEEL, T TAEKE
HOEgE Lz, &5HI2Z OEfgICEiEE Nz T
I8 % 1L 5 Deta augumentation 24TV, #x
RPN 7 — & 750 £ (BLFIf% 250 4, 1E%
500 ) BLOY, T A NAT—X 160 # (BLE%
80 ﬁ( IER 80 #) Z¥EfF L7 (K2),
EEEE 7 L — AU — 7 X Keras &
Imagenet FL—= 7% HDVGGI6 B L O
InceptionV3 Z IR FEH DO X—REF L E L, %
nNenz7vArFa—=r7LTHEMALE,
T — & 2 L T2 2OR—REF /I

FiE1 ALIRBHEXRERT —2 DG
o BfIXIREIGR D LIE

> BE~KRBEMEZEEZTNZNY AL THE
1. EWREH (af>30")
2. Tonnis Grade 24 £ D AR FI i
3. ZNLADEHRTER > SEIERET

> BELO T, ERBINESIEREL THA
AR B

BRI @ 958K

EERERK : 7518

7 A+ RE

B AR 278
EEB B 814

K1 FLREMXET—2PSOEBELVOTA NS

Ef}T—2 DT

FiE2 T2ty bO#EE | IIMASLUTAMAE
Data Augmentation
G £4010° OERREMA T FE e
MREABES 95k 3L WEHREEY T
95 > 2501 B EIRR: 2501
ERBER : 751K Under-Sampling EER 5001
R F NN RS T}
T A~ FRES = =
e - . Data Augmentation FART-%
R
JREARER © 278 27 5 a0k i,
ERREE sk Under-Sampling —> o soik

2 JIEAH SUT A MAERT — X O & AT0IE

RIS Z E b R 7 — ISR
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SR T 1%, T A MIF—4 160 K& T L<
HWAITE D1 E 5 1DF A FEATo T,

w R

WA & BF, EHZIE &HE LTSS IE
fig b Uiz b &, RROEMEILVGGL6 T 944 %,
InceptionV3 T 95 % CTh -7 (X3), BLEED
B P ) 1 3.1 InceptionV3 TiX 100 % T - 7z,
Grad-CAM TZ L Z 1D E 7 /L O 4| B AR JL A7
AL L& A, VGGI6 X EICEFHA,
InceptionV3 [XBFINZ A< & B L, JWrss kL &
LTS Z Epfo7z,

o

WLE R DOZWERRIE N — R & T 5 REFEET
MR R D Z Loz, LR IR
HiBFIERZ RIS AR L, BITRIMARICZET S

HM5ETA

G E, FEEMTFIEALELRDLID, &
FIZWRTFRINDEBTH D, ZOAMIZEN
TUL, DO IEF B 2 5 &l 5 mlhetk
Do Th, GHEAHRIZELD InceptionV3 73,
SEIOBEMOP TIXEMIZAERL 5 2R FHE €
THEN) ZENTED, Lnl, BEHEO S
575 o451, Deep Learning IZ V%
T — & OEINCWEHG DRI 2R & O R % 0
ZHMERS D LEEZ B,

SE
1) RHEE, FRRIE—, M. BABEIC L D%
M5 B & i R 42 (DDH) OXARFE R O IEA R ITD
WTOBLE, A/ NEREE 2017;26:323-327.
2) JELHF .. DDH KR O XH & 85 w0 L.
H /#2554 2019;28:278-284.

faR

BETH (Confusion matrix) EFRL. FR2ODIENEEH N TRO:

VGGloMikR1THI

K3 BN—AETNOGBRFBROZEMEEEZRIIERITI
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YA#E MRI arterial spin labeling (ASL) Hi{§% H\ 72
/NROWHRZ W B35 WF7E

e WA
[ S
e

MAOHH VTR

IR i FERE R & R 1R 2 BRIX 2z b= 0, iR
RTIEbRL0M & & 0N E S, MEE, <
A, BERERZEOBEBZEICHN LN D,
FEFE O FH NN G CIXLART X 0 Al PR3  C
& B AL N L —Y % H\ 7= SPECT X° PET T
T T&TRY, EETILERA 2 2d i
L, CT°MRI Z W24 4 F 3 v 273G
K LT&-, T4, MRIOBEFMTOESNS,
WA A I I i R & FT b 3 2 g 23
HEHZINTW5, ASLIZEkfLO 2 (7
ahy) AL, IHEANKRMERNL—E LT
FIHT 5 2 & TR OMERL E 55,

CELEEE X SRR, 1.5Tesla 8 &
¥ 3Tesla MRIZEE O EHIZ LV, 2MME I N—
AHE2 3D DR Y 2a—AL5—% L LT, ASL #H
W IR O MR #ER B G REP REBETE D LD
(7o 70, WHE O MRIREIZS] &V TREN
WRETH Y, EEHZANRNI LD, #YiR
LIRENAEETH D, LirL, /NEfEETCHOT —
HOERIIVRN, Lo T, BEFHRER->TWH
2 TSR 2 FO 7 B LS O EFE I 44 & LEReR
FHEATV, AR & B S AuduE, IR~
PRI - R E S R E < SN, NEERS
B~DOERbHFIND,

BOMOE BT B B OAET
KY#® WA ®D W R OB WP
B2 M XY W
REMROBR

T H =TI NEFERERE & W D RO 720,
s 72/ KON A RIERRB IR O T — 4
ZEAL, EHOKEBICL o THESNET—
A R— AR L ENFRETH D, ML
SPECT <035 MRI S & SN AIER] (A
RSO 7 &) CIERE A A A\ T2 i 1 4 B
& BEAN o iM I SPECT O & D Heigikaat 2 I8

P

KAT 9,

REXTOESBE LUSEORE

MRI 3 Tesla 2£1E D FHIZ LV, EEDOKMED
FEIEAIE I & RIRHCBUS AIRE & 72> T B,
BITE, post labeling delay % 480 msec, 980 msec, 1,480
msec, 1,980 msec, 2,480 msec, 2,980 msec & 8 H#%
EL, EFOEEEITo TS, £, EkLE
K O ICIER A2 AV o BRI R R & BEEN o ki,
it SPECT O & O HEME Z IHKAT 5, 72,
OFRBIZIIMEAZR SV, B 72 eI # L
Ve LrL, ZOMEANREOREOTERE D 75 % fif i
L, MR SPECT & Ot D7 HIZJERED R
AN OREEREN . (2 OMFZE TITMIMLYE) %
BEHERIC G DR D L) AR ST 2HERD 5,
BUE, fEYEMNIC X DR PRIMIT 21T 2 5 L 51T
REEL T 5,

D FRFENNLZ E b R 2 —  BORRE

2) [ R

3) RERY MR
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HM5ETA

LR I B2 Rt IR E Al Bh % neurally adjusted ventilatory
assist (NAVA) FPLDOIFIE P B KO FEENDREE DG

w o M
™ | A
B X
IEL®IC
S OEFRREOREBIZLY, YR ¥ —

TIT AR 1,000 g A o0 B AR H AR IR 8 IR D R
MRITH 5 % e ELTWDHD, Kishili
O NG E BN R IR B D Y, B i AR
chronic lung disease (CLD) [IF5MEE)FEE=E L D
PR 7R B N R S TV 2208, Z OS8R IR
LT, iEiCix, CLD # FFid 2 HMT
T XY A R T, FEAOTREE
RECHENRGZEICEE AN A7 DICEHITEL
PEZ 5N TS 2, LasL7ans, IR E LR
X, ZvaaFad ROEGERET e,
ZOOT XA Y I TRV E Fa=
NF Y DRGRER PRI B A TV L2,
MRRRE I KA T HBITHA S ATl ey, £,
RERIZBNT, RHMOMHEEE X CLD #iE
O EHC, MBGREOMRD, EshREER & B
W5 ERMESHTND Y, FEFHEIE O
<o CLD O P, aLFaxsuAf KEG%
WO 2 LI RPERDOFEZED M LIT>7 08 5 FlHe
HRd 5,

WA, RRNRIEEEY AL diaphragm electrical activity
(Edi) ZFIM L7zl it — R Ch DR
Bl #2 & neurally adjusted ventilatory assist (NAVA)
RV EELAE B X4, PR R
NTND Z eI STV, HRERIIREN
I A TR E B A LB L L, REAVR I
REZEINT D ZE TCLDICHEIRT 5 U 27 A
W3, NAVA % HI TR O @ OB 2 4T
9 Z L CHitREERSCIL O X O _ EAMRT

T I < N S U} i
w,Of o&E O oM B oo S R
EOOMK KA. & |

x5 Y, EIERMEMR BT 2R 0T %
A RO AR A Lz & olE
L5 Y,

HRFE T, FFEMEOR VD NAVA 2 U 72 g
W% A BT R R O R o el X o\ RS HIRE
T& %, —J7TNAVA BHLUT L 558 & BLIIR,
CLD FJEF /e & OIER T 140, FEE~DREIC
DWTIEAHATH D,

WL T 2018 4EH> 5 NAVA %l fl T& 5 Ik
BOYMALZFIEL, 2019 405 LB R EIR 2
1% LT NAVA % U 72 BEIR 4 BRI 4T > C
& 72, A EIOWFSEIT NAVA 5 B 0 R 35 & O
BICKFTHEZIMMT 22 ENREMNTH D,

F ik

2016-2021 4F 12 4 B5E NICU (2 A1 24 RERT LA
WCABE LT/ER 2T A T o RpER 25t & L,
O R ITIEERS L7z, NAVA & ARTO
2016-2017 4= A B (pre-NAVA £f) &, NAVA %
AAEHIITIE AL D 2019-2021 4 AFE (NAVA #¥)
D 2 BT R LT, MR TR OGS L
T, ZaanFaf FEHARR XOMEIE 36 #,
40 A TOMER SR — FEOIKE, FKETHOD
MEtE LT, BFEATO MM MRIIZ X % Kidokoro
score & ETE 1 i DR ZERAE O LG 21T - 7=,

T — ST R RAE R KON S AL #E P interquartile
range (IQR) Tr/r~ L, ML 2 #E D 7 1%, Mann-
Whitney # & & F V7o, T X T ORI 21X
EZR (ver.2.6) MM L7z, - UBROMEERE
2ORRBEHBTND, (FEHES 139-7)

PRJNRSLZ b ERE 7 — B



BREES

AR AR 2 Y BE i ABE L 728 e I 104 44 C,
e REF V54 % Br &, pre-NAVA BE 1L 49 4,
NAVA BEIX 50 A %I R TH o 72, WD EEM

x®1 RAEHRARTF

162 (31)
AT LRI OWTRIIRT (E1,2), 4
BRI 14 & RBETHRICOWT O 21D 5T
ETHD,

PRE-NAVA (49 4) NAVA (50 44) p
TERRIEE (OH) 25.4 (24.6-26.9) 25.9 (24.4-26.9) 0.80
AR (2) 752 (632-903) 755 (595-907) 0.85
IR 33 (67 %) 25 (50 %) 0.103
RHART B A K2 [EEE 36 (74 %) 33 (66 %) 0.39
JfH5 M 1gM (mg/dL) 7(4-11) 6 (5-11) 0.87
acute CAM* 27 (57 %) 24 (48 %) 0.71
subacute CAM 3 (6 %) 3(6 %) >0.99
DCH* 4(9 %) 6 (12 %) 0.74
JiEs ¢ 13 (28 %) 19 (38 %) 0.39
CAM* : fEBIEIRS, DCH* @ OVE AMEBERERAE YT r— R
xR2 REEEL
pre-NAVA (49 44) NAVA (50 4) P
+ BT =7 24 (49 %) 6 (12 %) <0.001
B 7 A CBEHEEG (H) 15 (10-18) 5 (4-8) <0.001
RN FE 100 mL/kg 252 H s (H) 11 (10-13) 12 (10-17) 0.134
NAVA Ba%4 B i (H) — 20 (14-26) -

NAVA BRAGIE IEE % () -

28.4 (27.7-29.3) -

X R

1) B0 By, 5 B5IE, B — S0 Al 7ERR 23-25 B
WDFETH% LRI, BAFEEY - FrAaEREYS
HEGE 2019;55:907-912.

2) Shinwell ES, Karplus M, Reich D, et al. Early postnatal
dexamethasone treatment and increased incidence
of cerebral palsy. Arch Dis Child Fetal Neonatal Ed
2000;83:F177-181.

3) Guillot M, Guo T, Ufkes S, et al. Mechanical Ventilation

Duration, Brainstem Development, and Neurodevelopment
in Children Born Preterm: A Prospective Cohort Study. J
Pediatr 2020;226:87-95.

4) Alander M, Peltoniemi O, Pokka T,et al. Comparison
of pressure-, flow-, and NAVA-triggering in pediatric and
neonatal ventilatory care. Pediatr Pulmonol 2012;47:76-83.

5) Lee J, Kim HS, Jung YH,et al. Neurally adjusted
ventilatory assist for infants under prolonged ventilation.

Pediatr Int 2017;59:540-544.
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HM5ETA

BRI & 7 o724 2 17 LA e b 2 O AT PE O Bt

T R

~A 7T LA REERE (CMA) = —
HEA (CNV) ZRHT2FETHY, 2022 4
FERKIN & THu o RS A BT & L TRIR
Wl S 7z (T 4 420 s 53R D006-26
8,000 1), ~A 7 uT LA YK, kD
G-band YL (AR A = FISH IE TR T 20 L 9
Yt RO e R - BE (v —5KZ1k) %
BT 52 LN TELFRETHD, 2%
OMHIZIERIZTE D 5T, KREEHEDRVY
EARBBAERIE (TR MEOEL) Pl
TR (52— FEROERZ) 13T
RN

FEAMETIE T TIC CMA TR & L O s
FRZEIIHWO N TE 7, 2011 F7 A U I
KifaEa (ACMG) LV, CMA IZHEIEARH O
AR, oK REGEREC R U CTRIIZIT
A (first tier) & L CHEBATIFENTWS V2,
SFEIERWEERET DL, CMA OZWI=RIZ
10-15 % Th 5 Y,

BRCIL 2007 LD, BFEOHRHA TRISR %
LIEY 27 CMA %47 - T & 7=, RBIEBRAE T
& % G-band X° FISH & Z L A2 W& 1T L T
1TV, ZWRER O —HBIZ CMA 217> T& 72,
BRI LIRS 12 CMA % first tier & L CIT - 723
EOBBZIRICE 2 5 EBIRETH T,

CNV iZk Ry — 7 ==k 528
FI Y U E R E LIS Y — AT O
CNV fEHTIZ K> THHRHFETH D, =27 YV —
LIRHT O CNV R IE CMA & RIS OBMIR L &
nTng Y, kit —r7 = H—ick b=
E—HBRITICE > TRbohoobh b, ZTOF
EE, iRy — 7 = o — TR ER D v —
JTUAY — REEHAET L & THofHEED
SEEED b a BB NS HEETIEY — K

2 OH O KKT

3 (depth) 2SS D Z &b a v —EKE it
TLHETHD, RBRIGRO~A 7 07 LA G
FBE TIIREA RN RERT 7 Y BN TO
K&K BE (FRE—KRE) 2RIETL5Z2E0T
&5, BoFAREZHRHET LR TELZ LI
Mz Tab—_EMPTE D2 L0 0, BB
T Y — AR (B0 Y (a— RH
W) DY —7 i AfRT) TR - a v
WEADET30-40 %L m<, vf7n7 LA
QR AEORE LY 5 5, BUR—RIIZ2fRHT
V=TI, =7 Y AELL R LT R K
HEARET2Z PR TH DI, YRTEIH
Wz 7 Y VHEALTOa Y —$ERHT 5B O
Y= H P L TR EZIT > T\ D, BEHREAIT
A7 a7 VA RERBREIVEL TR, %
R WDIIRETH D, BRIE, s
av—HEbE~A 7 uT LA REERE, 5D
M multiplex ligation-dependent probe amplification
(MLPA) JE°7E & PCR 72 & O RIFIETOMR
52 ENRHATH ) BRE LD TH 5, BUE
H AR TIIM RO A TIThh Wb =7 V) —
DFRHT A M HERR T H T L TR Y, CNV b
LTW5, =7 Y=L HE, CMA LA
T CNV BEATIZ WG D K 9127 2 FTREMEDS &
Do

LR OBWER S, RBINHEZ D CMA 1T X
LEERBILZ I COAMMEORGEL, bz
Y — LT O CNV FRITHRE R & OB R O ik %
1Tz,

¥R - A&

2022 4E 4 Apnb 202342 HET (11 AR
WM JiER TIT > TR RINE ~ 1 7 1 7 LA Yefa iR
WA 127 2 TRt SR & Uiz, &FlNERIER
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CMA CMA CMA CMA CMA
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marker chromosome: 22q tetrasomy
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7inv(6)(p11.1;912) — 12p13.32 1.7Mb deletion
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9 : k¥ - 5T (add, del, dup)
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BEIN TN bOOFEMRIEREHZ D TZD 7k
& CMA ZHifT L= Bl 2ME 2 IC/FfE LT, 2D
THIZERL &, ZWIRED MCA £7212 ID/DD T
DFWIFRIL 100 Bl 10 F] & ZWITIL 10 % TH-o
o 2D 10 ffli%, CMA LIS Tixazhrd % o3
HEERITH o T,

2. IUY—LEHROCNV @EFER (X 4)
FRR 2T AR E D MCA £721Z1ID/DD D= /) —
IfEHT 76 B T (9.2 %) TERKMEBEZROH D
CNV (Pathogenic CNV) At L7z, F£7z, A
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Xq22.1-q22.2 536kb del (PLPI deletion, female)
16p11.2 206kb del (247))
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<7 recognizable syndrome >
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15025.1-926.3 23.5Mb dup, 12924.33 2.3Mb del REPlIC LY
21q22.11-q22.12 3.0Mb dup G-band
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RRFBEO 7= DI BFER O N TR aE B 1k L
LT Edi 77 —F /L& B ik TR miBh < &
FEARIZLTWT, Edi 77 —7 /Vid A TR, 33
it ORERES ) D EBIN 2T =2 ) 7L LTh
HEHL TV, EiREReET X7 Oft#EE 2 s
W 7-BE D RER O AT R EIZ OV T, Edi
AW TRE LS LE 72 m0,

BT ER ST X T O EORSIIEEIRGIC 22
D, MERE ) E S SRR N H B 72T Tl
2, BMERBIXTEEEFETDZLIZLST
£ U DT DRI MR TR~ D2
BNEEEIND Y, —FClESBYIRGE, +5
TRRER BN 7S T X 72N T 21T L B R ER ) A3 e B
T DARMENR & D72, FEIN 72 T S i O Fars
DB LEEZ D, AEO HINX, ThEhok
BT DIREDOLEAL & BRSO BiE %
oL, FEROBRITENLTHHEICH D,
I

2021 4 4 H LIBRIZ Y BRI ABE L, 4085 & 2

KEATHTZDICE BT —T IV EFHFAL TN,
N TR s B R i BB X T 245 LT

®1 BEER

HM5ETA

HRERZ X BITRF 21T o 7o, ReBREBOL T
Y, RETENRE BRAIE LIS O e Rt DB %
AT DWIIBRSN LT, SR ER ST X T DT /A
A 1% Fisher & Paykel £1: @ Optiflow”™ %> Vapotherm
#1® Precision flow” @ EH HnE AW, FhE
#U4 L/min, 6 L/min, 8 L/min O it & Z A L 7=
1 PR oo g, PR, BhIR o e 3R A R
IZN %, Edi peak 3 & O Edi minimum OfE% 1 4
MICERIL, WML ZNZENOEDZE/IZ O
T L, 77— ZIEPRflds L O 45 i
interquartile range (IQR) T/~ L7z,

R, EBIKR

2023 4F 3 H £ TITH B~ ABE L, ik 38 £ #6
REAT - TR RAR R X T EH L= e
BIX 184 TH o7z, 9B 11 4 7 Precision flow®
EMEFAL, 742 Opti flow® i L T\, &
TRIZOWTIER 1LITRT, 4%, S8, &
WMEIZBIT D31 Z %A, SpO, DEALE X
TN Edi Peak, Edi min @ BIRIZ DWW THEAT %2 0
Lh#TH D,

Precision Flow” (n=11) Opti Flow” (n=7)

TEMG %L 25.3 (24.4-25.7) # 27.7(26.7-28.9) #

HARE 584 (544-714) g 804 (710-1,138) g

Pk 33.6 (32.3-33.7) i# 31.5(31.1-33.5) #

g R 1,050 (884-1,204) g 1,079 (927-1,278) g

NAVA level 1.2 (1.1-1.4) cmH.OpV ' 1.0 (0.9-1.1) cmH.OpV '
RERT PEEP 7 emH.0 6 cmH.0
P ¢

fif PR SRR S 21 (21-24) % 21 (21-21) %
X #k infants. Pediatr Int 2021;63:1212-1217.

1) Yoder BA, Stoddard RA, Li M, et al. Heated, humidified
high-flow nasal cannula versus nasal CPAP for respiratory
support in neonates. Pediatrics 2013;131:1482-1490.

2) Collins CL, Holberton JR, Konig K. Comparison of the
pharyngeal pressure provided by two heated, humidified
high-flow nasal cannulae devices in premature infants. J
Paediatr Child Health 2013;49:554-556.

3) Kodera T, Takatera A, Morisawa T, et al. Pharyngeal

pressure due to high-flow nasal cannula devices in preterm

4) Guslits BG, Gaston SE, Bryan MH, et al. Diaphragmatic
work of breathing in premature human infants. J Appl
Physiol (1985) 1987;62:1410-1415.

5) Stein H, Hall R, Davis K, et al. Electrical activity of the
diaphragm (Edi) values and Edi catheter placement in non-
ventilated preterm neonates. J Perinatol 2013;33:707-711.

6) Wachman EM, Lahav A. The effects of noise on preterm
infants in the NICU. Arch Dis Child Fetal Neonatal Ed
2011;96:F305-309.
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EV

W BRI EI O R - AR HEZITo 7R ERFD
Pl aaF o4 VA RRYYE (COVID-19) FATRIRIC BT 1Lk
EoOR FUE O EATY R B RRT
A& % FEYOR N T o&Y, & o N FY
B = PREIIFEHIE LCI5m (P 344F) T2
REEEREWEE 200 T2 LiZmRrEm L LTna,

BHE (LLF AN) 31X, COVID-19 JitfT i D
2018-19 AEFEITHL~, AT D 2020-21 LI
1.5 212 2 7=, COVID-19 AT #1241,
TR LORE - FIESIZRICRE LB G
FLARMEZEZ % HFEOICHEL, BEOFEE,
2, RERSCEFOF IR Lo R,
o2 - N7 EOPHFIEIR, FIED B AT\l
DERBEORESREZRBE LI EZA, FITHIR
OFEFITEBILTEBY, AN BEOHE LR

77 AFHETEE 2513 AN FEAE I B9 5 LB
SERIT B ENT, LRSS
Ezohniz,

E

=
g

ESRBEBRMILE % — N FEH L7~
[COVID-19 {17 F D1 &b DL FEiEHfAE ] (£
26 EHEFEBI 2N 2 M) (https://www.ncchd.go.jp/
press/2021/211021.html) 23T, COVID-19 ifi
TR 2019 4FJE & big L, 2020 4F B (3P0
HHRE (PRI RAE) OO RBF RN
1.6 1%, BHABTEEDR 14 fFICHBM L= 2 &3
Ao oTe, MBINRSLZ EhERE ¥ —
IR RS G SR ka2 LR
BREERE OYRHERLCOHAEIR R E2RET D
Z LIk Y, COVID-19 JATH I L7= AN M
FOREEMDZ L H BN E LTARFEMNE L
Fhi Lz, 72k, URMLRITESRBA THHITH
v, JFAEIE LTHZIE 15 (F¥%34F) £ T,

fEfe2 % 187k (MK 34) £TThDH, Akt

H6
5]

-
-

MREFE

2018 4E4 H 1 HA 5 2022 4E 3 A 31 HD 4 4
2, YRR EGIO TR L, EEREFSEE 10
fR (ICD-10) 12k v F50 (BAREE) 2L
1575% (F2E34E) LITOBREEGSRE Lz, 2F
flls L OVRF - FESPIZIFICIRINT 5 B A
KRB EN S RANCIER], i, T2hrn, OF
LW, RBR - BREROFER OIS RER, M
9D - R EOREARER 72 EIC DWW TR L7z
O L,

EBITF50 % AN EFEAN D 2 BE T TIRIT L 72,
AN : F50.0 (PFfRMEMERAGE) 38 K OF50.1 (3F
TE R S A ARE)

I AN : F50.8 (fhoFEARESE) L UF50.9 (&
AEE, BEREOL D), WEHRW - w2
2 I L AR X a2 RERD 2 E T,

-
]

#w R
<AN, 3 AN OBF I >
(1) FFEOZEE (G5, LTk, MR (£ 1)
(2) COVID-19 ATl DEE FEE (& 2)
COVID-19 JiATIZ & 2 F48 D — FFIRIK 23 2020
3 AMDG 5 A T, RIRATD 2018 4
& 2019 4RI 2 URATRIRE, IREHE & 70 D 2020 4R
& 2021 REEER AT & LT,
COVID-19 #i17# 0 2020 4E FE & 2021 4E BT,
AN O BEEHMBH 15 fFI2HEIM L7223, JEAN
D BREEHICEACIL 0o 72, 1272 L, Fisher’s

D MRNBRSLZ EbERE 2 —  REERE R
3) MREHSLEHE RS e ER T v ¥ —RERt

2) WIS OXKRAEH L
va— WEREE

FEE - AR
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exact test |IZ THEREREIZ D 5 AN O LD
WCHEZEIT R T2,
<EHOBRETO T —NL>

(3) *FHm (3 3)

COVID-19 i1 TRli & T AN HBE O FHFEIR I
X7edote, 72720, WATHICIXWATANC 04
2o /NG 24 - 3 LIRER O EH N 3 HlH D
niz,

(4) DiHfF2lr (3% 4)

EHLEBIC, RLZWIHFERENIF 8 THY,
F 8D AMIHF84 (B RASE. 7 A~V —fEf5it-
IRLMESEEREE) Thotlz, B, DR EL
EBREL, BEREODHMIIEEIIT> TS,
(5) ERER - HIRIREE (K 5)

AN, JE AN & & COVID-19 FifTRIZICZE %38
Do lz, SEYIZE Lz AN B ORI
LR TOABTEREE LT,

(6) BORRARMZEO®ERE (105U LoBE

X%, FI2RICEl) (E6)

HORARXMZEONE

OZZHLE : bRIZBEVNZLEMREL TN
FTn?

@wix BN ATATERBI LTI
MEBELED, BNV LEZEnH 5D,

HM5ETA

@HEG : &%IT (ZZ 28, BHTHLS®
k&2 EOT-Z e n3b B,
OFBEENE « felr, TR DO HE %
EZTZEND D,
®@LIE : Falt, o AT Z 2720 (1
ZRITM BT LHHERE) B 25 RNEHER
hBRELEZERND 5,
@#RFEREOEE - BN TLEW T WEIRZ
EERMEL BN LY, #ideZ EAEIC
HaZ&End s,
OIMEERS . 5 THRENLNRNDENET)
OB HEE DS ZT TR B B,
ORE: HRDOEDLYVDOADZ L E{FETE
PO fFHTERNEE D ZERH D,
© Generalized Anxiety Disorder-2 (GAD-2)
ERMERLZREED R ) —=2 7T A K
(0-6, By bAT7IE3)
Patient Health Questionnaire-9 (PHQ-9)
IDIHEDAY V—=2 7T XK (0-21,
By MA T 14)
ETOEMIZSWT, AN« JEAN & 1T
COVID-19 JiATHIZ I EA RO R o7z, AN &
FIFFEANBHE LD D o R, wix- 8T),
B2 s O, RME 7R & ORBMER 2 EEE e

£ 1 AN, 3EAN ORFEDOHZEE (20205 3-5 A—FHKR)

AN 2018 4 2019 4 2020 4 2021 4
BE R () 25 29 42 40
STIHERD (45) 124+15 13016 129+1.7 125+ 1.6
PR (2 20) 0:25 2:27 1:41 3:37
IE AN 2018 4 JiE 2019 4 2020 4F i 2021 4 i
BEH () 26 19 18 24
R (77%) 10.1£3.0 10.7+£2.9 10.3+2.9 10.3+26
PR (5 2 o) 9:17 4:15 3:15 5:19
&2 AN, 3EAN O COVID-19 FATRIE D BEEE
TEATA AT
AN 85 (1) 54 82
& &) (2 :52) (4 :78)
I AN B S (1) (55 : %) s ©




& GR7,

(1) ACRAXMBEOME (FIEPHR, 02

RRIZEEH) (R D)

ACRARMRZ EONE
OB RIZFDR D> TRETLID? <iFvy/

Wz >
OBBRESCHHERE THE Y OISR AT

174 (43)

FTLEN? <iTW/Wnz >
@RFELDOXHWINDINT L2 </
RN S ) >
OFEILE D TLIED? < EAL/ hhr /) FE>
ETOEMIZOWT, AN JFAN & b 1T

x3 [EPOB|ET7OT 1 —I)b (Fiih)

COVID-19 JiifTRIZIZZEBO RN T2,

VAT VAT AT WATH
AN AN JE AN JE AN
(N=54) (N=282) (N =45) (N=42)
SR (%) 12.7+1.6 12716 10.4+29 104+28
LT 0 LT 0
RukF 240 241
INEFEA 3F 0 34 2 Kk 3 Kby 2
INFREFA 141 44 5 INEAE 25 INFEAE 26
(B0 54 9 S4E 4
644 11 64 9
£4 BEOIBEZETOT 1)L H1F2H
VAT AT AT WATH
AN AN JE AN JE AN
(N=54) (N=282) (N =45) (N=42)
F8 3 (583 0/6) F8 9 F8 10
it W FI 5 =Y e
(EEHY) (B) P41 g } P4 3 7 9
F9 1 - F9 1 F9 2

F2 CREHORTEREE) F3 (K HEE

k5 J[EOBET/OT«—IL (ERER - FHWIKE)

) F4 (FREEPEREE) F7 CREHRIET) F8 (LBERYIEEDIEE) F9 (178hd L OMERE ORE)

PRATHI AT AT AT
N AN JE AN JE AN
(N =54) (N=82) (N =145) (N=42)
FERERT O RBHE (1) 11 (20 %) 29 (35 %) 13 (28.9 %) 10 (23.8 %)
BB (1) 1(1.9 %) 3(3.7%) 3(6.7 %) 1(2.4 %)
VIR EIRE L * (%) 73.3+9.0 73.9+11.8 80.7 + 14.1 81.7+12.8
#Z2EF BMI (Body Mass Index) 14.0£2.0 14.3+25 14.0+2.1 14.5+22
EYSYN () 26 (48 %) 40 (49 %) 11 (24.4 %) 9(21.4 %)

R PRI - AEERBI - B RAFHERTE (HA/NERNSY

WASE4Y) http://jspe.umin.jp/medical/taikaku.html
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%6 BEHOI0RULOBEOYZEHACTEARNBZEORKR
WRATHI WA TRAT A WA T4
AN AN I AN Ik AN
(N=51) (N=172) (N=23) (N =26)
O=ZmEd Y 23 (45 %) 43 (60 %) 8 (35 %) 14 (54 %)
@ufx - By 20 (39 %) 22 (31 %) 4(17 %) 6 (23 %)
@)=y 6 (12 %) 14 (19 %) 1(4 %) 0(0 %)
@A FERE 6 (12 %) 6 (8 %) 0(0 %) 1(4 %)
O%INE 6 (12 %) 7(10 %) 1(4 %) 0(0 %)
(O AR =Xk 17 (33 %) 24 (33 %) 5 (22 %) 10 (38 %)
@AMERER 6 (12 %) 14 (19 %) 0(0 %) 5 (19 %)
OFSE 28 (55 %) 38 (53 %) 5 (22 %) 9 (35 %)
© GAD-2 (0-6) (*F-¥)) 28+25 29+22 20+25 21%2.1
GAD-2 (3 LL 1) (1) 19 (37 %) 31 (43 %) 5(22 %) 7(27 %)
@ PHQ-9 (0-27) (SE#5) 11.1+6.4 10.7+6.0 5.3+ 5.4 6.8+ 5.1
PHQ-9 (14 LA |) (#1) 17 (33 %) 23 (32 %) 3(13 %) 2 (8 %)
K7 BHORBEOVZHECTEARNMZEDHR
WRATHI WATH TRATRI TEAT
AN AN I AN Ik AN
(N =53) (N =280) (N =42) (N =142)
OB RICFR o7z 7(13 %) 16 (20 %) 8 (19 %) 8 (19 %)
@it Eni7e LA oz 15 (28 %) 23 (29 %) 12 (29 %) 14 (33 %)
©LINAEAR 16 (30 %) 20 (25 %) 14 (33 %) 12 (29 %)
OV PN 4(8 %) 8 (10 %) 1(2 %) 5 (12 %)
@A A 29 (55 %) 43 (54 %) 10 (24 %) 16 (38 %)
@A AL 1(2%) 6 (8 %) 3(T %) 2(5 %)

A

COVID-19 it 1T R TANBHE O &K 7 1
T 4 —VICHEH A B EN R WIZIT T, Z
OFEFITEBLTEY, AN BEOHE LR
720 COVID-19 JiATIZHE S il & D E[K A3 AN 3§
JEDOZE L 72> T D EHEIEN A28, ARiAIHE
H 2250 AN ZEICBIE 3 2 DIt i) BRI TR
X Niehotz, —FHTCOVID-19 itfTic k> T
B EZHCBALN 2 o T2 9F AN OFEICITLE
P ER LD AR FRERARE SEE LT

W5 A[BEMEDV R STz, AN OFRIEICES D 5 0
HALSMER 2 BT 5121k, X isicBE o
WESFHEE RE Rl T2 HLERD D,

INF 23D L) IR EE ML TV
AREMER B U, FIEDIRFI L & iR T 5 721
X, 2EMNZRRENRZN S, COVID-19 FfTHl
BB 5T, AN BE T HIRNEHIRIEICS 5
T, EEABEREZRNZ TWDLZ &
ZRUAICEWVWCRREICOT-I2MERH D B D
i,



SEORE

M B OB RO R 2HET L &
G, COVID-19 {17 /i % @ AN, FEAN B EF O
TRIZOWTHRFT A TETHD, £z, HF

176 (45)

TABRIBFEZITo72 AN, FEAN EHEITHOWVT,
XM RERCFER R EZHEL,
COVID-19 {1 TR DBRFE DK 2T HFETH
E)o

SR ZIIN T2 ACSIVMRINIE / 7477 > DEGIRISH]
— 2R B S 2 A VERER B T T O FE M & J AR -

o
s 2l

7N

R
Sl

B ®

JEHH N B AR RISk 2 FLEh VR 00 B ARG I
R IE, SEEETICE AR ST 2 FHTH D,
LovL, BRVERZHS CII RGBTk EE NS
D, JRWBARES I B RS TE VT
\Z, BARERA~OBIER A (RS DB B D 23
PR EE - TE T2, BAFMED T H /MR Im
#t/ 7 4 7 U  platelet rich plasma/fibrin (PRP/F)
1E, M/MEO o JERICEENTWD A I A
VR BUER S B Z & TR B R EE L TR
BEDRZ T 20 TH Y, BREWIIE
fid 2 EBREMEESND Z EAHE ST
%, BEIRESIZIZ, Rk 264 11 A 25 B XY fifT
Shic THAEREOREWOMEEICET DL
A PRk 25 S5 85 =) | (ARG L et
fEfRlE) T 3 Mt L LT TPRPFIZLD
AR (GHEE S PC3150413) ] #{T->THEY,
BIEGI CRAEITHITTE TWVWD, AFEEIE, In
vivo IZFB W T T fllfagkre k7 » b (F344/NJcl-
mwmu: X— K7 > ~) OFEZEH~PRP & H
BIF g RuZi—b (GHS) IZGH &
TR ZIT- T,

MR EFE
X—KRZ v hO LEOMH — RIERIZ 5 X 2.5 X

2|

S

N M,

Lmm OFXEZIER L, OPRPHOPPP (Platelet
poor plasma) #£ @ PRP+GHS #f @ PPP+GHS #f
® GHS fE® = > b m— /LD 6 BEIZ 53 1F Tt
L7z (n=3), GHSI¥, ®#RNFTA LA - L
ERFAFEFT CHRE SN2 b D &L Sl A
L7z (K1), iimits O mif4iE, microCT Rm_CT2
(Rigaku corporation, Tokyo, Japan) % FH\» THg
ENTo, SIFEREIE, 90KV, 160 pA, AT A AIF
120 um (0.12mm A7 A &) & L7=, CTHED
RFTICIE, EEEBY —7 27— 3 > 3D slicer
(BWH and 3D Slicer contribu—tors, https://www.
slicerorg/) MW=, £7, BiHERZE 20 A%
DOEFREHEETEL LD RAEEZRELEOH

KEHRBRIE (5%2.5%X1 mm)
v K~ (F344/NJcl-rnu/rnu)
Oy — N =TBiE

EERLIEX—R
ICESFIUNANR

FENNRSLZ E L ERE 2 —  ERAE
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DFEREFH LIz, TOHENOEEREEOEIE

ZHERT D2 LIS XY, BIERREZ SR RIS
ALz (M2),

2 3Dslicer ZFU\/z uCT AlE
AL BREBETSICEOSEREOAE 88) ZzREL,
FLERK, BROMZICEENSSHMAINE/AEELTEIE
T, BRIBHOABBEEZHRMELL THETSD FESEZME
RO 4DOMELRE). EF  €FF /N KOS — il
AIRD CT ZEREbELEETS, A BiEFID 3DCT £&R
RERMTEIS K OBHER D SDCT & B RISLRIIE

SM5ETA

w R

2 ABOBRBEOEE N LBMEBEROE S
oW kERY, OPRPEE:42(5.2+1.4)%®
PPP : 3.9 (3.9 0.6) % (@ PRP+GHS #f : 3.4 (2.6
+1.6) % @ PPP+GHS #% : 38 (5.4%25) % ®
GHS Hf : 74(69+1.71) %@ = > Fu— /L8 : 3.1
(82£03)%Th-oTz,

Z =5

GHS BHifEN 2> b — VR L iR L TE
AN B VMBI & o 72 GPS 2N B2 B TR
BWTHBTH D AlREMEL RIE S iz,

% ®—J57C, PRP+ GHS BHIZBIEAIZIS VN THE
RN 2 hote, ZORRIE, 7 v N OFHEHHR
INEWT-DIZEERBHE 2 o T Z E BT B,
SBIEFHEHPL, M2 ERDL TETH D,

T URERBIIBIR) =AM G-t u=r %
HL & L7ZHRBR AV & 2 D

el
4l

= %

MABRBLUCED
ROBEDOERWERAKRERTEIETHDZ U IE
DEFETIE, PREEEZERICEHTD (&
HHRTI-2 %0OHEICH LT, ¥V ERET
4-19.5 Q% DBE) , fEHH O PR E DR A
FEA 2,000-4,000 A2 1 ADOEIBICRIL, XFov
SEBHE T 300 N2 1 ADOEIETHRAEL, 10 £F
DHE L T2 > T D, &7 E-BHE THURBR
BRZ VB & LCiE, R A VT Ui
Hi 75 /b & - thyrotropin-releasing hormone (TRH)
Doy WA, R T — 8 A — &R
hipothalamic-pituitary-adrenal axis (HPA) O # #,
FH OB IR ) 94 7R L € > thyroid stimulating hormone
(TSH) OAREY 2 WP HIBSZ R ENE XD

TR B

PR =

SO

L (1

noan, TORRITEEHA ST,

I Thhbiut, ¥ U ERE ORISR
TUBBEE LN Z LAY, RRIRRAICE
5 FE COMFOMRICO/RRN 5 LB %, WL
iz, BANZHRBEALE S ZRIBICHETE 5
%, Bk e~ N7 40— —H T A
AU BAHTEERE  (LC-MS/MS) & W THEF L=,
WIZHEST LT EEEZ W TH U EREOH
WIRB LT v BERBNCHEIE Lz, TOFER, V
N—=Z ~JIa—F¥Afr=" (T3) OEN, 1T&
NEDFERTHE Y EBBEOHIPBEEICEH N &
B LNCRST2Y, 22T, AFRTIERES
7 IERRFE T T3 OERE OO MNFE OFRHZ B &
MMZTDHZ LI LT, AEETIE, MY Ia—F%

D MZNRSLZ EBERE 2 —  BRIRITIEE

2) Al PSR



A r= (T3) HofRPshrFEMya— A
o=y (T2) DEEEITV, 1IT3 DEDENNRZ
OB E TREL TODDNE D M~

EKEBAHE
T2 OREE DT

T2 DRMEERIHE 35-Va—FHh A a=;
35-T2,3,3°- VI —F¥ A m=2:33"-T2, 35 -
A=A e=r:35-T2) (1) ZRET
& 5 kR LI,

MR OEHEME (3,5-T2, 3,3°-T2, 3°,5°-T2) B
L O EREYE (3,5-T2 1S) AW T, HIEIC
W 72 Multiple Reaction Monitoring (6 & Ji~ &
=BV T) ONTA—F—FfmEt Lz,

Wi, B L78T A—Z —% VT, LC-MS/
MS & W2 BIE OS2 et Lz, aricid,
gk v~ 757 4— (HPLC) &, RU Y
SV BBV B3 HrEt “Triple Quad 4500: TQ4500”
(Sciex, Framingham, MA, USA) 7O SN D, &
Wru~ NI TT 40— F T ARVEROHIEE
(LC-MSMS) & W7z, Z3#rid, LC O oI
8% Z 2 (Unison UK C18,150 X 3 mm) A #&k: L,
BEhE A:0.1 %lERE, BEMHE B:0.1 %EHEA Z1e 7
thr= I AEANT TV MEHTITo 72,

178 (47)

T4
DMU
T3 T3
™ o
Rebeaalincboga
/W:) ‘V\
3512 33-T2 3,512
pebepadnchogtiinsBog oy
1 o
X1 HIRIRARIVEY ORBHREE
T4 FRSI—KYAOZ> T8 RUI—KYOZ>
(T3 UN—ARNUI— K¥O=> 3572 35 YI—K
#«40=> 338-T2.33-Ya—KHyro=> 3,5-T2
3,5 -YI—Kyro=>
D1: 1 WERRIRALES BT — NEER D2 2 HERBAILEY

Bi3— NE¥R D3: SERRERARILEV BRI — NEER
Jongejan et al. Clin Chem (2020)? & V)&

#w R

F1lz, FHT2 B LU T2-IS® MRM % —&
TR LTz, &% DILEWIZoE 2 DA A
T AR L T2R, BEN—F &\ Q (quantifier)
FREICHWD Z LT Lz,

WIZ, BT DERVIEOIERO~ A7 1~ b
7T REK 2R LT, 3O T2 IXREETH

x£1 BRBRILVEVORED/SHD MRM /INT X —&—
Compound MRM transitions (m/z) RT (min) DP EP CE CXP

3,5-Diiodo-L-thyroxine (3,5-T2) 525.8>480.0 (Q) 3.92 88 10 26 12
525.8>382.0 (q) 88 10 26 11

3,3"-Diiodo-L-thyroxine (3,3'-T2) 526.0>480.0 (Q) 4.39 78 10 29 21
526.0>382.0 (q) 85 10 34 5

3',5'-Diiodo-L-thyroxine (3',5'-T2) 525.9>479.9 (Q) 4.46 74 10 26 12
525.9>382.0 (q) 55 10 30 6

3,5-Diiodo-L-thyroxine *Cs (3,5-T2 IS) 532.0>485.9 (Q) 3.82 87 10 28 19
532.0>388.0 (q) 87 10 28 15

RT, retention time; DP, declustering potential; EP, entrance potential; CE, collision energy; CXP, collision cell exit potential

Q, quantifier; q, qualifier

A 212 B

312 -

3,512

3.92

446 |

439 | =

K2 FEII—NIAOZVIREYEOYRAI/OY NI S A
LC-MS/MS ZR\ T 50 ng/mL & & T2 IREMHE E MR LIEREYA/OY NS LTRY. AB5-Y3—FYrO=>,

B:3.3-23a—- MO0 >&&0°C: 3.5 -

PI—FYr0z. R ftsid A mE, wEmAHRETRL TV S,
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LD FEITT_XTCRCTHDIN, bTL%x2H
WHZ L TCHEBIChBET D Z EnTEl (¥ 2),

S
AAEFEIIAFR T2 % [FINFHE C & 5 HiEZ e
L7z, LARGICHESL L7 T3, rT3RBIOT 73—
YA a=2 (T4 OWPEWE LR CEETHE
THZENTEEDOT, 5%IFFH 6 FIED IR
JRABNE ERRFCHET 2 2 E R FREL 72 D,
WORREE LTI, EBIZ T2 OJIEEZ AWT
MiEFO T2 #/ETHTETH D, 7272, CHL
kDo T2 BIFEFICHMETHDD Y
(3,3’-T2 ¢ 0.003 ng/mL 2 &), HAEMH L T
54 T WEEHTEEE (TQ4500) T, J&

HM5ETA

ERR R HETERWARER S D, TDY
BV 2 IS S BEIC A S 7z “Triple Quad
7500: QT7500” Z JHWTHE£217 5, Z OMFEIX
TQ4500 £ ¥ & 100 5L FREEEA K & T
LZDT, T2 DERITAETHD & THREND,

X
1) Iwano R, Toki M, Hanakawa J, et al. Quantification of
serum thyroid hormones using tandem mass spectrometry
in patients with Down syndrome. Biomed choromatogr
2022;36:€5249.
2) Jongejan RMS, Klein T, Meima ME, et al. A Mass
Spectrometry-Based Panel of Nine Thyroid Hormone

Metabolites in Human Serum. Clin Chem 2020;66:556-566.
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FFEE{TH- T2, Radiology 35T 2018 4E1248
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DHEICFE Magn Reson Med Sci. 5812 20 JA4FL &0
invited review & L CH#H L= Y, S4EEX, FPE
ORI OMiEt % Pediatr Res. ZEI2IBHE L7- 7,
R EMERBHER, @ piTh, BE, R
REEGOMEE T, MRS 21T - 72, Ut
PRI DIER B 5 IS E S LR ER] T
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1) Tomiyasu M, Aida N, Endo M, et al . Neonatal brain
metabolite concentrations: an in vivo magnetic resonance
spectroscopy study with a clinical MR system at 3 Tesla.
PLoS One 2013;28;8:e82746.

2) Shibasaki J, Aida N, Morisaki N, et al. Changes in
Brain Metabolite Concentrations after Neonatal Hypoxic-
ischemic Encephalopathy. Radiology 2018;288:840-848.

3) Shibasaki J, Niwa T, Piedvache A, et al. Comparison
of Predictive Values of Magnetic Resonance Biomarkers

Based on Scan Timing in Neonatal Encephalopathy
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Following Therapeutic Hypothermia. J Pediatr
2021;239:101-109.

4) Aida N. 'H-MR Spectroscopy of the Early
Developmental Brain, Neonatal Encephalopathies,
and Neurometabolic Disorders. Magn Reson Med Sci
2022;21:9-28.

5) Tomiyasu M, Shibasaki J, Kawaguchi H,et al.
Altered brain metabolite concentration and delayed
neurodevelopment in preterm neonates. Pediatr Res.
2022;91:197-203.

6) Ikeda A, Tomiyasu M, Yamamoto A, et al. Elevation of
brain gamma-aminobutyric acid levels is associated with
vigabatrin-associated brain abnormalities on magnetic

resonance imaging. Epilepsy Res 2022;181:106881.
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Teo Fa—7I3BENRTIIE 3Tk EL L OSFIRKT = — 7 B E
Teo Fa—T B EITHEZROB LMD R PRET 25 HiChfTSh, 5 HICHEED 2
FEOITIE, 30 AU EORENIBRE CUEN T [T S,
NWEHRELZTo 7z, VEUEBEETEROE  OBRFKET

FMRRL, BRI L 2T BT B R IE
LR URMBIELKT L,
1EIEEE’$%@X¥W%§1 WE D FEHL T = —
HEWHHEITRTE, 3 RO HIR O 72 WV IR
mﬁbto

MRERDAR (F 1)

HR I CHIEI B AR T = — 7 R BN 1.6 5%
REICHIAT Sy, MEAE BLAT X BRI 1 ke I
1.3 7%, 3T 33 mirichifT SN, 75/
A ROIBRHTIE 1.6 sl T M T S 7z, BIESHIRE
RAEIX 52 FETH -T2,

x®1 WAREFDAR
Bl (7T 7 A NOIBRHT#IAT)
JEA T A5 LA (range)
WIEISEHRR T = — 7 B B
MBE R BLA X AR

1

3 ki
TT A RO
PSR AE (range)

43 (17) : 23 (10)

1.6 (1.1-1.9)

1.3 (1-1.8)
3.3(3-3.9)

1.5(1.1-1.9)

5.2 (1.9-5.9)

(1) PIEF = —7 e
FREITHEES Y TIE21 2°H  (range: 2-53

MH), HEEZRLTIE25 1 H (range: 9-40 7>

H) Thoi,

(2) WEIF = — 7 &I T o Bl o A
BREEDH Y TIE52 % (13/25 H), HREE
TI%64.3 % (63/98 H) TH-o7=,

(3) WIETF = — 7 B E RO B D F
FREHY TL24% (6/25 ), HEESRLT

13102 % (10/98 H) ThH -7z,

4) 77 7 A RO OA %
BREZEITESNZ25HD>H, 757 /A4 K

BIBRT & fifT S 7z 10 HETh o7z,

(5) WETF 2 — 7 EEMHATATO 1 khF O FLIEM
B nifE
HOLEIE R E H Y TiE 178 mm® (range: 70—

413 mm®), FFEE72 LTl 190 mm® (range: 62-

364 mm®) Th o7z,

(6) 3 mReDF5e M4 B HifE
FREIIEEE S Y TiE 314 mm®

641 mm®*), FFREE 72 L ClE 439 mm® (range: 112-

799 mm®) THo7z,

L
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FHHEBORERIZOWNWT, B PRF ¢ v 7 ERSY
HriZ CHEt 21T o7z, #IETF =2 — 7 FEEHMH, 1)
BT z2—7FEHMTOEROAFE, PEF 22—
THEROWEOEE, 774 NOBRKOH
#, 1RO F SR T CIIHHEE & OEI
HoNehotz, L L 3oL -miE <
1, Ay XA 036 & 720 3EREOFL R
BRREL 725 L BEEOHRILH > T\ e, F
72PfE (p<0.05 THEEHY &L LK) $002T
&Y 3R OF ISR & PR E A B e B
DI BT,

xK2 BEEOMES

Variables OR 95 % CI P-value
W = — 7 B B 0.7 | 0.47-1.03 0.07
Hi 0.75 | 0.31-1.85 0.54
M . 258 | 0.8-8.37 0.11
7T A ROk 0.98 | 041-2.37 0.97
1 %R FL eI B T 1.01 | 0.54-19 0.98
3 kIR L5 B i A 0.36 | 0.15-0.84 | 0.02

OR =odds ratio; CI=95 % confidence interval.

E A
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Al 25 70 A LR ER L TOREN 28, 1)
[T = — 7 FEYE L HEE - OREBIEA LN
R olz, Fa—7 FEMH O ERIERH O
Fa—TREOFRK LY, ZOMEHYEELY
TLRLTWEOHELHHMN Y, AR CIEpE
Fa—T7EEHEATOERE FEE & OBHEIT A
Dot WED XD RO KRR B,
WRSEEIE A A U2 OFE R EE L KT -0
HPERERZRE LT Y, L LA T
PIEIF = — 7 FERE O S & R E & o Rl
SR ote, 7T /A FUIBRITIC & 0 _EIHEED
MEEP RSN BEEREOKBIZADE VIR
ABHDHBY, ARETTIRT T /A RO L &
BiE e OFMEIIRA LN -T2, FLEEEITR
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OBHMEPFEROPRIZRETH D Y, S
F 2 —T7 BRI FREVEOE 2 IEF{L ULk
DREHREZEMEE S Z L TBREETEROT
BICEBT D L Wb TS O AKFCILE
BRT = — T EWREITRIO 1 OISR
HEHREEOFBITALR N7, LAL 3
O FLIRGE I AIC B W THMA R E WEFR
BEOMRIIKS, AERBEENA LN, LLEX
D, 1 BERHCERIRR T 2 — T R EIN A T S
T BAIEFNC IV T, 3 LI
ERBHEFEROTHRIRT LD B2 b,

E X))

1 RS R F = — 7 R BT 2 64T L7 E
BB N T TFHRE T ORI EIT > 72, 3 mkRFRLZE
WA R R EWVIE E R EOMENMEL, 3%
ReglZeie MmN B IR ER O THRIN T & 72 5
EEzZ b,
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1) Strong MS.The eustachian tube: basic considerations.
Otolaryngol Clin North Am 1972;5:19-27.

2) Valtonen H, Qvarnberg Y, Nuutinen J. Tympanostomy
in young children with recurrent otitis media. A long-term
follow-up study. J Laryngol Otol 1999;113:207-211.

3) Hao J, Chen M, Liu B, et al. Compare two surgical
interventions for otitis media with effusion in young
children. Eur Arch Otorhinolaryngol 2019;276:2125-2131.
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insertion in children. Arch Otolaryngol Head Neck Surg
2003;129:293-296.

5) Valtonen HJ, Dietz A, Qvarnberg YH, et al.
Development of mastoid air cell system in children
treated with ventilation tubes for early-onset otitis media:
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Laryngoscope 2005;115:268-273.

6) Andréasson L . Correlation of tubal function and volume
of mastoid and middle ear space as related to otitis media.
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Pelizaecus-Merzbacher disease (PMD), Spastic
paraplegia 2 (SPG2) 1%, PLP1 B{=T % (EHE,
RER, RE, AN, ATITA4 0 T8RE) I
FoThlxRzand Y, Zh b OB Ol
i, Wi — 7 = 2O, T 8@
Fa— FEIROA > b e b EAT R L 72> T
Do

7= 7299 HE Hypomyelination of early myelinating
structures (HMES) % ff-2EB&#EH 6, PLP1 ©
A2 b 3DOBEEH A b1 ? long-distance
interaction site (LDIS) ZZEENEE SN TNS 7Y,

PLPL X2 DDATF A 27/ 7 PLPL
(277 7 X k) & DM20 (242 7 X J[R) DMFAE
L, HEMS #2386 TiX, PLPI/DM20 D JE
EERIETHEBORK & 72 5,

—WEAEPEIL, WRESA b m o LDIS AR|IZOW
T, premRNA ZZEIE D 7-DIT, EHRE
AL L AT D HMBY R EBALIC N B RIICE R A2 A
N TNVERKZL DL AF 2—, HFEEX
Tantzer H D L& BB DM20 D AT T A 2 v
7 RF—=H%A MIHET 2R RS 2 o
TrFrAFY F<w— (ASO) ZHWL L X
¥ 2 — % %N L, PLP1/DM20 % Bl Lt 5 % FFAfh
Liee 25, WROEESBO LN, Zh
LbOZE LY, WEHA L a2 O LDIS i PLPI
BEODM20 DATZ A v 72 G LT
W5 ZENREBEI NI,

& AT, VEESA > b o LDIS fEikEkE -
WELTHILEHICBWTREENE LS (K1),
HLOBRIZE T D4 v b OBECHRIE
RABLEPR Y, LDIS S DAL RKIZI W T,

o, B8 e WY

pre-mRNA O 2 kA& DL EMZ R T F 7 AT %
LF¥— (A G) fEAWT LIERTELS 2D (BN
HAEIE E =RV X— MR EENE ),

TRAF STz EI o 51 & 3T 16 HE At &
720 13 AR B W MR R 2 H T 5
S, 3EHxt (C# UG # UG # G) TILAEMN
TRV, T3 % C =G, G=C, G=C |Z{#&
WhT52LT, AGORENEEDZ LT,
PLP1 & DM20 DA 7' T A 2 v IR H DT
59 D%

4 [a], LDIS fE3% @ pre-mRNA @ 2 ¥ 4§ & @
TEMITONT, R 3 K & Bk L 7= il 5
(NZBHINY T > b)) O AG f %2 mfold program
(http://mfold.rna.albany.edu/?q=mfold/RNA-Folding-
Form) (55-base normal RNA test sequence comprising
20 bases from ¢.453+150 to +169 and 20 bases from

c.453+151 LDIS-5 l:.453:|-166
Human GGAAGAACGTGGTGCC
Chimpanzee|GGAAGAACGTGGTGCC
Rat GGAAGAACGTGGTGCC
Mouse GGAAGAACGTGGTGCC
Cow GGAAGAACGTGGTGCC
Sheep GGAAGAACGTGGTGCC
Dog GGAAGAACGTGGTGCC
¢.454-308 LDIS-3’ 0-455,4-323
Human CTTTCTTTCAGCACGG
Chimpanzee|CTTT CTTTCAGCACGG
Rat CTTTCTTTCAGCACGG
Mouse CTTTCTTTCAGCACGG
Cow CTTT CTTTCAGCACGG
Sheep CTTTCTTTCAGCACGG
Dog CTTT CTTTCAGCACGG

LDIS: long-distance interaction site

K1 PLP1 intron3 LDIS fEigC T B EDREN

D MZNRSLZ EBERE 2 —  BRIRITIEE

2) [\ AEREAE

3) [\ EsF



c.454 —326 to —307) , separated by 15 random bases (N;5)
ZRWTHA, ANBWASNY T REx s YR
Ty TNy —IZHIA T, M ERIZB N T
PLPL & DM20 D AT A 3/ 7 DA Rk LT,

B iE
1. PLP1 FEBUffa D R4

PLPl DEIZFHBNH LAY TT7 0 Fa iAo
b~ RIBEAIERE (Oli-neu) % [ENZAEAH - AR EEEDF
et v & — I LS E IV Dr. Jacqueline Trotter
(University of Mainz, Germany)” 0 7K 3% % 15 C i%
%% L 7z, Oli-neu #f }& 1% Poly-Lysine = — k L 7=
¥ —1, SATO medium+1 % horse serum % A\ >
THEE LT,
2. 7T AI KR H—fEE

RNA BB FE OFFNTICH N D=7 V2 Ty
7 X 7 % — (pET01, MoBiTec GmbH, Germany)
\Z, PLP1 T D=7 V2 345 28Tl ARE
FOANBH AU T > b DA v — bk DNA 238 A
T 5, ZRANCE L CIEEBALR A A B8 Ak
(Mutagenesis kit, Toyobo, Japan) % F W\ CT{EHR L
7
3. mRNA 55 PER) Dfif

Oli-neu #M i 1 X 10 well (24 well plate) % #&
FEL, 3HBICUR7 =2 &I 2000 %A\,
FATRB I ONABHINR) T FOT T AI REE
AL, 48 RF[##% (ZH0f 2 [F10L, RNA Zffift, i
5 JOSIZ £ 0 RNA 725 cDNA % 4k, cDNA
L L TR 2 —RER T T A~ —F T
PCR |2 T HAYSEIL (PLP1 =72 YV > 3,45) % H4lE
W7,

#w R

A G fE % mfold program TEt&H L 7= #5%, WT
@ Tnitial AG=-17.6 kcal/mol |Z%f L C, A%
U7 > b Initial A G=-30.6 kcal/mol & > 9 23
Bohic, NAKSY T v MZBWTAG MK
WXV F—ETLENT D52 L E2RT (K2),

RIS, ThHDONT Z—ZHiA~FT AT =
7 v a 1512 mRNA 25 PEWY) O fiE AT (Reverse
Transcriptase PCR) % Effi L 72, = OfEHE, A
ZH)NY 7 R TIE, PLPI/DM20 O %83 A3
WT IV bEFERT L (K3),

186 (55)

E

PLPlintron3 @ LDIS IZFE DR FEENE L, 2
DENTAEFEI NS & PLP1/DM20 0D % L EL 2R3
KT+ 2Z &3, BRicambnTng, BpART
I%, LDIS fHiko 16 HEHxtd7= v 3 HEERHIAMRA
BTV, 20 3 I 2 FEHAIC L7 ABRIN
V7 v b &R L7228, PLP/DM20 881 R\ E
AL HENMUURT LTV (K2),

T LD, LDIS fERIC B DA T
W3RN S, AT T A v THIEENIAT S
BWNHDZ ENTRERINT,

FER (WT) LDIs-5' - "
[ TPesson =0 5 v v K 3
A 3B ——~GGAAGAACGUGGUGCC
m EENEN EE mEEEN
E|——0uuuc:uuUc:AGCACGG5$
¥z z 8
LDIs-3" Initial AG=-17.6kcalimol
ABHSYTEE piss 4 ” .
oo : z g g 5
| 3A |8 ——GGAAGAACGUGGUGCC
ENEENEEEEEEEENEE
[4- CUUCUUGCACCACG%?
- v g g E
LDIs-3"

Initial AG = -30.60 kcalimol

2 LDIS $81?D pre-mRNA @ 2 xiEEE AG E
FAER (ER), ABHBNUFY N (FR)

PLP/DM20 ratio
15

M iR Asys 7t

l 1
PLP1
pmzo %% |
ol
BB ABNSYTEE

3 m RNA EEEYOREFIER
EBLXEIBEE (£), PLP1/DM20 MOLER (45) Student's t-test.
P<0.05 ()

*

X W

1) Inoue K. PLPI-related inherited dysmyelinating
disorders: Pelizacus-Merzbacher disease and spastic
paraplegia type 2. Neurogenetics 2005;6:1-16.

2) Steenweg ME, Wolf NI, Schieving JH, et al. Novel
hypomyelinating leukoencephalopathy affecting early
myelinating structures. Arch Neurol 2012;69:125-128.

3) Taube JR, Sperle K, Banser L, et al. PMD patient

mutations reveal a long-distance intronic interaction that
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regulates PLP1/DM20 alternative splicing. Hum Mol
Genet 2014;23:5464-5478.

4) Kevelam SH, Taube JR, van Spaendonk RM, et
al. Altered PLP1 splicing causes hypomyelination of
early myelinating structures. Ann Clin Transl Neurol
2015;2:648-661.

5) Hrirta T, SRS, BB E]. Se RN R E K
RAEFECHET DBIRTOAT T A ¥ 7B O

HM5ETA

. Z EbERR T v # —[EF5EE 2020549:138-140.

6) HORHET-, BN O%, IR R, SRR I E A
REJEIZBIES DR T DRT T A v 7 B Ofig
B, Z &b EEE & —ESEE 2021;51:166-168.

7) Trotter J. The development of myelin-forming glia:
studies with primary cell cultures and immortalized cell

lines. Perspect Dev Neurobiol 1993;1:149-154.

FSNENG e i eREN IR UE A NESI) R
DIASAFED B TEIC KT Ed D5 B ORE

(R A =T VS L
MEE LLTY, OB B K, =0 B\ ¥
RO Ok Y, R K oM B, B K R
B2 M TV &8 B OB 7Y

FT R

AME R EMmE (AML) /8RB WTA
M E MR ORI 25 %% HHTW5D, AML OIRFIT
VAT ET U NTYA T R AKE
D& L2 R0 ZRIETH D, SMERIE
BRME A MR L ONF U EICHAE LT- AML % Bk
Wiz/NE AML B2 i B O Ve R RE 1, A X
v NETFHE (EFS) M 60 %, &AEFE (0S)
BHRITO % Th DV, AFTHEM S 172 2=
THDHAARNREMEY ] JEFFIE T — T
(JPLSG) AML-05 &7 b = — /1 Tix, IR
(BBWis 1 kRim) FEFNCIBWT, BRI Y W)
V2B B A PR R O SR YE BF 1 i A3 TR R & 7
D, FIEIE AR AFREIC I T BB AP D
R & EREOMIIL L W I BRI M T, &
PRIFEHER DS 2 mEAT DY A IELL T O#LR CE A
%2,

5 E=-KEEmMOEVOREREX (KR
(kg)} =30

WETHR X, BHIBE K72 <, EFS, 0S & HiZ
HA77 v ha—THDH AMLII Bk & %R
ERESNTHD,

LMWL G, 2ARMICBIT A5 &OHE
DML PR EE BN RE F5 L OVAIR KRS (TRl
EOHERIER R L) IZRFTEEBIRHTH D,
BRI T IS O IEYEZ B L 72 AML-
1271 ha— L TORET2HAHOERE
DFEFGIE L BB LT-, —RRICH/NEH O3
FREITERRE & BB T A HERN N L, NEEN
HHE D O T HAEMIC K o TIEWEREDE AT
RKEWEEBZ LN TS, T LitaHoRE
BRI Z UL, SERBICRT DM RERERIX
[FEE TR WVATBEMEN B D, F T IRANT L - ThiE
OVBEWENRI DAHEMERH D, TOh, KE

D) MRS EbERE 7 —  JEHIR
4) [7 ERRATIESE

2) [ IR

3) [\ iMmig - MR



s &3 0 O H-8E & REIE COREE5HEO
2HIZB N T AML ORIFRICER T 2 220
P AVKIDE Ui PR E 2 HERF TE T D E D
DTS 2 Lk, RO AMLIICxH 55 Y)
RIGEEORBIZBNTEETH S,

B

BAEME OB AFIML R E A ik 5 2 L
T, FlEOEDIEDOHEIC OV THRET 5,
FlmoOEYBRERFT T2 LT, Lo b
I — /L COIRPEZYIEIZ OV TR 5,

PO

2021 4E7 H 6 HLLRRIZ AML L 2r&h, = b
RUR, YH7Ey, L&V hay, fF0
BV T K DAL E A AT LT R, R
WS I8 AR D B L THY, ANETITRHES
REORFEE DL ORBNE LN TS EE, 72
BATFEITARN BN Z 8O B v ¥ — %

HEEEROEKBEHETHITL TV,
k&

1) BHEAIOA 2 FEa—7 44— L0 Y HEhHE
EHEL LA 7B D BRIKEREE A
U RNEREL, MBRIEORR (1mL) %179,

2) YEERMEEECHRE/ u~ N ST T 4 —X
VT DTG BT EEE A VT, WM T A%
A L CABE O MR E 2 E T 5,
VAT E T Ara-CTP, Ara-U @ 2 D DALEW
HIET 5,

AZNEV AIRENE, A XA EY ) —LD
2 ODILEWZTIET D,

3) IMHIREERSR, JHFHERE, BHREOMAET —
2, Hh&, BRERZCICTEREOERYBiE
B L ThREtd %,

#w R

SEITA XN ET D11 HlOREFIZHONT
FERERET D, A XN TR EGRKTIER
(B—7) ORA v MERERT,
FElhREITX TR U2 -168) ThY, =
DI B 2 AN THN AR OB EEIT 728 (U
BE) 1256, 2l EOBEEITDR o 28

188 (57)

(O®E) 16l ThHo= (1), A EZLEL VD
E— 7 PRI ATT (ng/mL), FEYE(RZE 356
(ng/mL) ThH -7z, 2% (0-U) MITBWTE—
JIREICHEEZERD Do (v« KA v
b =—kE, p=0.56) 2%, IMLAEEEIL 104-1,071
(ngmL) EIE5oZX %3z (F2,X1),

®1 BEER

Pt il (%) sl
U-1 0.1 M
U-2 0.9 M
U-3 1.3 F
U-4 1.5 M
U-5 1.8 F
0-1 7 M
0-2 10 M
0-3 11 F
0-4 13 F
0-5 13 F
0-6 15 M

K2 AHIEDY, AFZIEY /) —ILOE—FERE

po | Tl ey | ENET S | A ZVEY ) —
(%) (ng/mL) (ng/mL)
U-1 | 01 | M 417 6
U2 | 09 | M 232 10
U4 | 15 | M 1,071 22
02| 10 | M 104 9
o4 | 13 | F 481 14
05 | 13 | F 1,040 57
06| 15 | M 110 9
A45ILEZ> (IDA)
(ng/mL)
10007 ) )
800
6007
400 7 E - -
2007 °
2/ 28
Adge =& iyt ks
| I |

P=0.56 (M-Hi&1E)
K1 A HIVES D E—TREOFHREFLBER
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R LBETH D,

AXNEV L OE— I REIZBNTRIEL DX
BHDHHDOO, FEEMICBWTRERETALS
niginotz, LEFTORFTIESL B2, 5EE
DAVTZAE RIS L O IR DBLEN BT A &
NET YD 2 AR OMEITHET TH D Z &R
&, IEFICOWT S, MR A
T DIZH T o TOMEERIUR A > M EBRFHH T
HY, AXNVET L OBRIEEEURA > MO RE L
LR TH D,

LRBIEF 2 B0 L C OIS, S 5725 aHIiAR
A ¥ b TCTOERRER O ML P ik 21T 9 TET
BD, Fiz, WEFECHRTEFIED S 6 D5

X #k

1) Tsukimoto I, Tawa A, Horibe K, et al. Risk-stratified
therapy and the intensive use of cytarabine improves the
outcome in childhood acute myeloid leukemia: the AML99
trial from the Japanese Childhood AML Cooperative Study
Group. J Clin Oncol 2009;27:4007-4013.

2) Tomizawa D, Tawa A, Watanabe T, et al. Appropriate
dose reduction in induction therapy is essential for the
treatment of infants with acute myeloid leukemia: a report
from the Japanese Pediatric Leukemia/Lymphoma Study
Group. Int J Hematol 2013;98:578-588.

/MR MUBEREIC 31T 5 flash glucose monitoring (FGM) % w72
T By 138 o) A

f& Il

BoE R

=

I REOT NUBEEZHBR T SR Th D7
W, RIMEEIIMEEEICE LR (T WhA, B
HEEER L) BRIEL, HEEOHA TR
BIE 27T, DO KE A ST, (K
FERFOSER b IERER G ERH Y, LIXLIER
Wiz #Ene 92, /N OAKIIONE O JRIR 23N 6 72 2 El
W, MR R R UK RIS B 2 Bt o e Kk oo
BRI ZC, (R L 2 MBEHERF ORI
KDBEBENEENTWDINL EEND,

IR DR 2B <=2, (K24 U
FRORBBMETH D, 7 N AERIMERE D X
INTZEME N FRE LT- /W E L D O THNITHR
JEBHERIN FIBETdH 5208,  MAEFRETHEAS D AR
M & DARIHFE S & o & o ZEREIC X 2 K.

Mo Kk B BRSO A& B
LS S S - |

BEEO YA, MAFORKRA 2R LETH Y
LiIZ LISkl e =2V O RAEME 2%,
7z, wA A RN 2 AR EE O 8 &
X, BREHRHEIC L EREE =2 ) 70
HTH o,

MEHE & VR D 27 L 2 — AR 3 ks T ik
WBIRICH D B2 BN TEY, MUK Sh
TR A O CRIE L 7= B D 7 v =2 — R
MOBBIEZOMPEEZFHETED LD DN,
continuous glucose monitoring (CGM) @ H:AR) 72
FEAFTHD, CGMITIE, KBILT, BENE
BEfEly UC U 7V & A SR & 2 f 8 & 2
KT HATE, EFREREICRVTRED MAEE
FERVIED XA TO2BERHD, b0
BRI, BULE, 1 UBEIRIR O BE Tk L CrRBRIE

MRS Z EERE 2 —  NOWREE



J& & Te o TWD, HiE X, BLTE sensor augmented
pump (SAP) #®iEL KiEn 5 /3— Y F /)L CGM
(Rt e =2V > ) HEREZHHEH Lz 1 v
A2V R TEEELTCHERT 0, A~v—F
Tx VEOENSANERENLTCT —F 2R
S LMENSH D, —J5, flash glucose monitoring
(FGM) & X8k A % v % CGM ¢, Reader &
NWEFTZETHET —F &25th & D2 ENARET
BV, PR O MR ESRIC L DR EE
WEEE LRV E W) R - FIER B D,

BUFE/NRAR MBERE 120, ESRI oD bR 45 %
AWz AT mBENEDABD LN TEY, CGM
TRBREIS S 20, F D0, K0 FEH R
WA 1D T2 O iE, BEIEl O B N E 23 B L e
v, FRIEIESCRIM &N 2 5 2 & TR
HIRENRKE L 72D, I TRIBRAIIBERIE O
G, BIERIZICAE U 2 BE M oK fobE 2 45 5
ZEIEREETH Y, HERRE O HUE TR RS 3
REERBRLDERDGELH D, Fpbit=%
U > 7 OAR BT 5E 2 A M 130 4R B AR D
BTHLWMENEASNS L TR Y, YRThH
CGM % W CHift i€ =4 U > 7 % 2 4I2AT
ol ERN DD Y, A TFEGM b A 25 23
EERFELHTND Y,

BN THEAT 254, BEERTDHENAL
BEEERA LW T NS AREE LWEER D
5, iz, PROBE, WICZEREEST 0
FRZRNE D PIEBNCHIRR 053, AN - F
BRI Z EREEE OAR LRI TE 5, nET
72T TT — & B3t D T A AT HIUREA
D/NETHEMENTIREL A2 0, A CERMEH
FHUNDEAAL v 7 L b ibHEa a4 5 2 &
NTE B0, BIROMKMEE % FHECX 5 alelk
NEVEED,

4, FGM % HW T bE %2 £ C-BEE o &
2/ 6 41T BT, TR B RS0 M B B RE o 4
B, WBRDRHEEITo T,

WREFE
KPR >
OF TIRMBEE & W S5 IR
Bl RS A AU VEME, AR EA,
7N AR R E

190 (59)

QRER AR OK Mg % A& 7B EoH 51

72721, FGM [F_X—A A —H—%& o)
IANATERER E OFRANER RS TVD T
B, TNHERBSREER L V2 BEITRRAL
72

B ik
RNV URHEE DO LI DA T+ — A
Farvtvy b &2EE0bH FGM 2357 %
- B%%313 Abbot £ FreeStyle U 7 L ® Z{HEHT 5
« I 8 RIS 1 [mIEE & 4 cm AN O KRR D |k
NHIpEE LA L D
- BEE MR TE R 14 AN
« NSRBI HIRIL 2 VA, X AR - CT « MRI
BEOBICIE, o —%3TT
FTAGTE H : d b4 E)
T =T SRR O FE AR D B R
rS T DH

w R

B AR BE S R S iz 3 4 D EEIZB W T
FGM T & 2 MpEFEAM 21T > 7=,

BEDO
6 BN

Lk 2 A X0 ZZIER O AR Z R S T
7o ZEORMETHIE L T, TR
WCHEWEIRR CTEXRWZ ERN 2 TEZ20, |
ECFGM #:75 L7- & Z AR 70 mg/dL BLF
WZHRENZ 72 5 TV D Z & AV L SBERR T & 72 o
72o FGM % F T IfFE B 58 o 3: 4l &2 ABZ o E
1To7=,

ABEt1l HEDOS &% —2 HHOBE T 14 K[
DR %AT - T MRMBEZ D 22072 (K1),
ABt2 HH—3 HBICHEHEZITV 22 BERE
R L7 T FGM Lo 7 v 21— 2 54 mg/
dL, FEHNMPEE 61 mg/dL & 7~ o TR T &
L (K2), #&EHFIRImEE % 5 5 FERIER D 7
Mol

FGM ED 7 v a— 2 ffi%, EHMpEHE &
T 10-40 mg/dL FRER < R ST,

Z oM, JRINBRBEOT-OREEREZ{To 7203, Kl
iz BT DRBIIEENTH -7,
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191 (60)
00:00 06:00 12:00 18:00 00:00
350 Uzn.:—
mg/dl 2
140 — i | { i i | } |
70 |- | | WM\N
° &
350
mg/dl
140 — ] 1 | i I |
0 : X3 Mg

C_®& |
M1 mm¥EEE
(BED-1 ABt1 HE—2BEOAR/NZ—)

350
mg/dL

350
mg/dl
140 i | | )
et W‘T\'—‘
O R |
2 [miEHTE
(BED-2 A2 BE—3 AEOBER/SZ—)
BEO
9mH B

KUANE O FE A TIT - 72 W5 0 & s F R
(TruSight One) DFER, KEFIEDJRFE BTN
2T, FERP X O RB R 712 b AR EE S
Niz7=%, FGM T DM 24T~ 72, I 47
MG & < BRI RN RE TR RENE
28, FERIMBEIEIE 90 mg/dL B T & 0 K M EERE R
LD o7z (13,

FGM LoD 7o — 2 ff1x, S Mk & e~
T 50 mg/dL FRER S FR ST,

BEOG
6H HR

mA AV CEIC X DRIk LT, Ak
BROREZR I V7 IC K D RBHRET O, M
B % FGM CiMli 217> 72,

MAET 1 AZBELTEEL TN (K4,

LBET, KIENT TN EOEHHE < FGM
ENFRETH o T2,

(BEFO® 14HBOEAR/NNZ—)

Fra=
u a
G g o v v fom gt wE gn g .

WS L] " 107 0 " R 105 101 ns n o nr

-

i

N

"
-
; L —a -
c
T
s D

- |

kst

K4 gk
(BEOG 14 BHEOBAR/NE—2)

E R

BERFIZHEWT, MAHER L L 2ICFIT5 2
EMATEETH - T,

BED - @TFGM Lo 7L = — Z {78 F21 1
PEE & AR TR FRENTNDHZ EBH LML
72Tz, AEER L7z FreeStyle U 7 L 1%, KIE
WAL STV D03, ARMAES S b 2 4= U7z
BRPMENE & — B LAV EIR DS B 5 3540l i il
DIEREMEIZEER D & 2 A 13280 X 2 Ml E
BRFEE INTWD, BRI ZIT 5 7291,
HECHEET 2L B EIFRIET T 20813 H 5,

24 WP [E 7 e FY) 70 ILBEHERS 2 FEAl T & 7272 9,
AN - FIROAHEZILT Z L 2 < REBRRPIE
ENRHTEEITH Z LW TET,

SHROFE
AR L O eERHEO 720, &S 67 2 iEH]
DEMEZ HET.



X #k
1) /KAPE. NICUIZ 1T % CGM (continuous glucose
monitoring) DG, B AHTAE VLA E [ 2019;31:
323-327.
2) REE— VT NVEA LFRILbEE=4%1 v 7 %
VT AR O MBS o &b BT v 7 — G

192 (61)

2017;46:139-140.

3) BfE, MR L, A 0aLR, i AR A
2 MEAR i E 12 % % CGM (continuous glucose
monitoring) O ff FREER. B AR A AL E B F oM
2019;31:791.

food protein-induced enterocolitis syndrome (FPIES) O4§# & ¥4

=402.5]

food protein—-induced enterocolitis syndrome
(FPIES) X3k IgE K7 HE T, FrAERM» SR
WCugnt, R, R, REHIA R L oWk
FERZ RTHRAETHD Y, I, AHMTHIE
FIEIEHN L TR Y, FEARN 2009 4213 0.21 %
ThofzDN, 2020 21X 0.5 % Th o7z &
S TW% Y, FPIES DR EMITH T 5 B R
WL TFTRICOVTOHREITD R, HEEIZIBIT D
FPIES DEERB A HNcT 5 2 L2 HE L,
ARRET 21T 72,

B &

201551 H1H5 2020412 A 31 HETOD
IR YA 2472 L, FPIES L2l L, 4L E
B BXT-BEOINT 2% FHROITHEF L
7z, FPIES O2lrid THiAER - LR EWE AT
HIIE Minds LT A T4 ) OBEOE
B HEEBG LEbE TR Lz, FAEMERRIC
ONTE, FEREMEREREBRTESZ L%
EMMAMER CE I H AR MRS L, MEHETICIT
GraphPad Prism ver. 9.2.0% JH\>, Mann-Whitney @
U M & Fisher O EMEMREEZHEH L7, 2T
Pz W T, p<0.05 2 EEHD & Lz,

#w R

FE B OfERIE 49 BT, JHIKEH L LTHL 26
5], FEINDS 1845, /NEN 3], KEN2HITH-
7o HEMICBITDBELERTIE, LITRED &
DHRRAETONA L, F/IN - /hE - KEIZHART
RIENBVMEAICH Y, F7-IEMRE L U CHRE
W23 23 %D 6 B, FeRPELIERED 38 %D 10 f,
THALEREBA 19 %D 5 HlcH v, R &
NTEBRBEZFOBERSZVVEMICH -T2, %
B ORIERE A WO TIE, Pk 8 FIN AR 3
PHDNIZEIE L TRY, FHINH 8HIN 7-10 7
A ORBIZHEIE L Tz (£ 1), SEFIZROFRHE
B ClE, FPIES &2 Wi L7 EFNIILOER 230

®1 BEER

Aoz vt F 0

LV AUN) 18(69 %) 9(50%) 1(33%) 0(0%)
FEIEH i (H) 0(0-13)  8(6-15) 7(6-8) 7

FEpEgE R (N

RRENL 6 (23 %) 0 0 0
JERMEDHER  1038%) 2011 %) 0 0
THALERE R 5(19 %) 0 0 0

ZDfth, 6(23%) 2(11 %) 0 1 (50 %)
B SR 0 0 1(33 %) 0

The—PER RS T (27 %) 10 (56 %) 2(67 %) 1(50 %)
T LA PR 0 0 0 0

PizE ZEBEREUY— T LAX—H
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AN 3 5 A%, 2020 I IT PRI 7 1) & FEBI L A3
e <Tuwiz (®1),

FERERF OFELER TIE, FHINTK 8 B2 T

FERELTHRY, I8 A - ST AL & v T
7o FLTKIOFINANTIHTRIELTRY, R -
SALRERL - FRBZENZEN LB TH o7z (K 2),
INEE s REIT A

WIFEFER & 4 312~ Lz, B -

(X)
14

12

10

20154 20165 20175  2018%F  2019%F

Eg W OhNE BAE
1 EFIEROF RS

20204

FHIN(N=18)

SUANT R, 1

FL(N=26)
e, 1 4o, 1

K2 ZERM GBI - 7L)

(N)

N it mfE TH#I
Fz MR OhE Bx=
K3 #IFEERKIERX

HM5ETA

BEMHRER 258 80, ML A R D TIEBIT N 7R D3 o
Too T, FLIFWEMESER 25RO 72D 2 F oD 6 i
THY, MR 6 RO Sz (K 3),
BIREMERTE-DIT 49 4h 2HTHY, B
R A sl XEnE P RE T, A 16 A, IR
28 00 H, /INER28MMA, KREN26M0HTH-
oo Flz, BENOEME TCOHMIZONTIT,
POfEC, L3 135 20 H, SIS 20 A, /INEMN
2057 H, KEN190H Thot= (#2),

X2 RUZEOBMRR
#

gy INEE K
(N=26) (N=18) (N=3) (N=2)
24 15 2 1
AB(N) 92%) (3%  (6T%)  (50%)
RS A 15 28 28 26
(0:D) (6-38)  (15-63)  (22-34)
FAE O TR E T 13.5 20 20.5 19
DR (A) (6-33) (7-55) (15-26)
I

YMBED FPIES OJRR BMITHA IR B %<, K’
WTHRTdh o7z, 2020 4D F N E O 2 E D
% Jii sk R i m & A = A — N FJE CiL FPIES
DOFREME LT, I 345 %, WA 217 %T
BHot= ¥, RBFTHIPTOREFIFAEEI L T
776

WIFFERITEL A B IR 232 <, FRI3IE
HAEIR S o T, FiE, EEEEEBEZ AT 28
Eholc, RRARSOWHLEME, SERENERD
7e®, HILEHRRIKT - W LA LR E - R
BIZ X DL E RO ZEAE e £, MAERERIZ &
HLTWDAREMENE 2 b, FPIES DM fR=R
[ZOWTH EM O oA Tk, FLid 3 5%
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PS5 O WS A $ L < (% Formalin fixed paraffin
embedded (FFPE) #{K X ¥ genomic DNA % f
L PCREZEIT 572, F7z[AEKIT total RNA A filitH
L, Wi ERISIZ L Y cDNA % 1% T RT-PCR {%
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PCREMO XA L7 b — 7 T AEITV,
WRRF 2 5T LT,
3. FISH ik

RO 7 a—7 % H W TIT > 7= (SureFISH
ALK BA probe, Agilent Technologies, Paulo Alto,
CA)., FFPEUIF 137 v —7 0RE M2 thET 5
7o DIZIREVLEE U CTIERL L T2, 7' — 7 & ik O]
RERIRSE, #MBEMECTBELT, 1R
DX 50 MEMER LS 2T, MEEZHELL,
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JEE I8 D AL K L < 13X FFPE 1K & ¥ total
RNA ZHilitH L, W5 SIC &V 1572 cDNA %
F T TruSight RNA Pan-Cancer Panel (Illumina£t)
WL DH =y ho—r  ABITo T,
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1. FISH{#:, PCR%, RT-PCR ik

ARG FEMFRIFEE O TR EITo 72
DIF 31ER, IE 39 R OBF 21T > 72, NERITHE
BRI 28 17 1, MRS 7S 8 {31, bR ZFNE A A
5 & BIEEE 34 2 i, KB LS mARIEE S E
EFh1fITHoT,

FISH i Z1T - 7= D% 18 1T, 9 il Ciltfs 1
iRk, 8 #il CHEAZTFHEIED A, 115 | -C [R] fpa Yu 2,
HBOBFEWERF LTz, PCRIEICLDBRTFER
DFEEtE £ OV RT-PCRIEIZ L 5 é\iﬁ{ﬁa"m*ﬁtﬂ
TENEN 134, 8B TIT-7, MEtLizi&is
FIIR1DEBY THD,

PR ENERETRESRE ST 16 4
TE2DEEY ThH D, FISHIETIE, #ik3F
i & /NBESE  (medulloblastoma) @ 245 CMYCN
D HEE %, 4 %] D USP6 (nodular/ cranial fasciitis
2 f5l & aneurysmal bone cyst, solid type 2 ffl) &
13 >PEWSR! (Ewing sarcoma) &ALK
(anaplastic large cell lymphoma) @ F-## ik % 7%
72o PCRIETIE, GNASZEEN 3] (Wb
H, fibrous dysplasia), BRAF V600E (/)Mi¥, low
DICERI 2 5 (&I, Bt Mk i,
cystic nephroma), CTNNB1 288 (T JR#H #ELE,
desmoid fibromatosis) 23ZALZE4L 1 BI[FE S 7z,

grade glioma),

&1 FISH% PCRL RT-PCRIATHRE L/IcBEFREE 0y IREEHED

FISH i% (18) :
R 7 AR OB
USP6 (5), ALK (1),
AR HIE D ket
MYCN (5), MYC (3)
DM DR T B O
isochromosome 12p (1)
PCR % (13) : s AR K Ot
BRAF V600E (5), GNAS (3), DICERI (1),
RT-PCR i (8) : @& B s T- O
KIAA1549::BRAF (2), PAX3/7::FOXO1 (%1),
USP6 (1), BCOR::CCNB3 (1), ZFTA (CI1orf95) ::

TFE3 (1), EWSRI (1),

CTNNB (1),

EWSRI-WT I (1),
RELA (1)

KIAA1549::BRAF (1)

BCOR-ITD (1), H3F3A (1), H3F3B (1)

MYH9/RRBP /FILLIP /L/OMD/CDH 11/CTNNB I ::

FISH: fluorescence in situ hybridization, PCR: polymerase chain reaction, RT-PCR: reverse transcription-polymerase chain reaction
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K2 ERERENECTFREDPBRHINLES
SE ] AR B FIE Bt S n-maBisf A& W4

1 & () FISH USP6 rearrangement Nodular fasciitis

2 R A IS (SEER) FISH USP6 rearrangement Cranial fasciitis

3 F (P FISH USP6 rearrangement Aneurysmal bone cyst (solid type)
4 F (£ T FISH USP 6 rearrangement Aneurysmal bone cyst (solid type)
5 TRERLR (T FISH EWSR ! rearrangement Ewing sarcoma

6 AR (TR FISH ALK rearrangement Anaplastic large cell lymphoma
7 NS FISH MYCN amplification Medulloblastoma, non-WNT/non-SHH
8 Bl FISH MYCN amplification Neuroblastoma

9 B (T PCR GNAS p.R201H Fibrous dysplasia

10 F (T PCR GNAS p.R201C Fibrous dysplasia

11 B () PCR GNAS p.R201H Fibrous dysplasia

12 71N PCR BRAF p.V600E Low grade glioma

13 Bl PCR DICER! p.E1813G Cystic nephroma

14 TR (T PCR CTNNB ! p.S45F Desmoid fibromatosis

15 71N RT-PCR KIAA 1549::BRAF Pilocytic astrocytoma

16 71N RT-PCR KIAA 1549::BRAF Pilocytic astrocytoma

®3 REAI—F Y —ZROVTRENEGETFEEDIRE S N/ER

JER JRASERAL B Sn-@aGET eeilid (FESIU & IXBERZWA)
1 TG (7 1E0) FILIP /L::USP6 Nodular fasciitis
2 WSS (S3) CDH1::USP6 Nodular fasciitis
3 KIRE OMD::USP6 Aneurysmal bone cyst
4 B R (Bar) EWSR/::FEV Ewing sarcoma

RT-PCR 7% Ti% KIAA1549::BRAF fil & 38 {5 728 2
Bl /NMAES; (pilocytic astrocytoma) 7 & i Hi &
i,

2. RNAY—F7 A& (F3)

RNA ¥ —7 v A%AT 2 DE 32 1T, 18 il
WG K%, 6 61X FFPE Mk %, 8 #il CH #EiR
ZANTE IR, Wby =7 7ic
+or 72 R OB ST,

PR RN BE TR S NTZOILLT
D 4B TH -7 FILIPIL:USP6 (R ET KL,
nodular fasciitis), CDH 17 ::USP6 (B 0 8k 50 #H %,
nodular fasciitis), OMD::USP6 (KR, aneurysmal
bone cyst), EWSRI::FEV (Ewing sarcoma),

R
TR ORER TIL, AFEEL VY RETZENL
B FREZEOT, WELTHRZHTZ L

DT E o, REMES BB IEE IR
Wi L WIEERH DD, o TEWFENRTE
Mz sz &, BHREL L2 enTERE
B2 D, TENERECY /N, MRRIEER & T
X, WREBREDT-D U X7 SHEIZRHHT 5 7=
Wip EBInFRE ORRAAIN L -2k & LB
FEG A A B, EIAEANRIR OIS O A O
D78, Langerhans cell histiocytosis T ? BRAF
V600E 72 E/b—F » TR AR b5 Z LA
WA TWD, £O &I 722HT, Bl IEMERRE R
BRTZENTETNDEER D,
WA= =% W2 RNA & —7 v X
T A G HREBHRENBAEE 2R L, &
KW 150 2 LN TETZ, SEEIFFISHIET
USP6 BAn 1Bl RR 2 1 O I 2 4 Bl L, %
D HH 2 HTRNA ¥ —47 v A% HWCRA BB
FZ[FE L7z (NF 14, aneurysmal bone cyst 1),



USP6 s F MR Z 1 5 & 5 1 Billk, MHAkZK
1% infantile myofibroma T&h - 7223, RIS BB T
PR S72 2 L TNF L@ S vz, NF
VIREARRET B - SRR RO LS At oD AR T B 0D 5
TR & OERIAREgECTH L Z LB LIT LI
HY, BinrREEOBRUITZHEHE S EDITK
EHATH-TZ,

A 18] O T TR O BB RAY RGBS
B &7 —7, NTRK-rearranged spindle cell
neoplasm (233 1F % NTRK fil 58 = T-X°, sarcomas
with BCOR genetic alterations (2351} % BCOR i&/x
T EE T SRR - SRR R S A
SN2 O DJEE T HB OGBS+ 038
ENierole, —H, RNA —F A TE—H
TEOIRERP AR R EEIL 25 Ein
RENZ xS h, HERRFNEZET 5, #5
Bl LIS H S, EANRE L SEICE VT2
AR ESND Z BTSN, IS ATREZRIRA R
HlDOT > 7T — MIBD, FOHRTHIZRMALD
i a REET,

202 (71)

X

1) Kato K, Tanaka M, Toyoda Y,et al. A novel fluorescence
in situ hybridization assay for synovial sarcoma. Pathol
Res Pract 2013;209:309-313.

2) Tanaka M, Kato K, Gomi K, et al. Perivascular
epithelioid cell tumor with SFPQ/PSF-TFE3 gene fusion in
a patient with advanced neuroblastoma. Am J Surg Pathol
2009;33:1416-1420.

3) Tanaka M, Kato K, Gomi K, et al. NUT midline
carcinoma: report of 2 cases suggestive of pulmonary
origin. Am J Surg Pathol 2012;36:381-388.

4) Tanaka M, Kohashi K, Kushitani K, et al. Inflammatory
myofibroblastic tumors of the lung carrying a chimeric
A2M-ALK gene: report of 2 infantile cases and review of
the differential diagnosis of infantile pulmonary lesions.
Hum Pathol 2017;66:177-182.

5) Hiemcke-Jiwa LS, van Gorp JM, Fisher C, et al. USP6-
Associated Neoplasms: A Rapidly Expanding Family of
Lesions. Int J Surg Pathol 2020;28:816-825.
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WTC, BEERRUL T M E & bITNEFE#DOH
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A
WNRE#EDY —#— (LLFY—4—) 1%, B
TR, RA@EET 2 EEEREo CHH#EM
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IR % S B R A3 B AU B R OYRAE 7 74 S

IEC®HIC

Wt 7 —TlF, RERSERMELER, b
TR E SRR IR A FE OB E R OBIE AT o
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WE) 2Ly, LV KOS ARFIRThH D, £
7=, WTEOFIHEARIC X 0 MO PBREED SE
MEL, [REBIOREXT 7 A N —REIEaE
BN HBAERERIZIRE LIZUHTWD, HEET
IRLLRID DI RIS LC T 7 A N— A2 E
ML C& 7z, ABFETIE, FTRERENEDNLD
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fEodE M
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HETICREREX 7 7 A " — &z FEh L, T
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TAu—7 v TETN, R L& HICHRERT
DHIHWESNDA, EITT DIER TSR TO
KUERZATHRIE L, HEERGIMESIEC Dis 4
EBZERMBENTWD, —FHT, HKRER
B IEME B A Il 5 2 I3 L <, 1R ITE
ORI DOERNKRE R yHTHD Y,

ZIVE CTHBETIEFRE T ORRERE CT fidk T
BRI 2 HEE U, B & VR AN SLYE 4
LC&7, Lo L, BRI ofERS, &
ERULETH IR EDOFLE»LREOKENS
<, BPUHEHMENE E LV VEFI S CHEMTX
THWRVOBRBIRTH D, 0w, LkvIFRiE
W72 0715, BRI T OEEARAERICAT L2858 T
SUE RS SHAIE ORI & AT D HIEO— AL
FNTW5,

I E CRIEMASEORIBHRTICRERE X
T 7 A N—RiE AR EEOF A EEES
EnTns Y,

DIOIIFRIBIFIIOKRELRE X7 74 /N —
SR N 2 CATEPASHIN % O KB R SCHALAE ¥
WCHEHRL, FEFE TICREREX 7 74 3—IC X
2 EIEEFE 21T o 7o, MBROREX T 7 A /13—
EFAVWESRENOBZIZELTLLHEZES
P, ARO/NE BRI TS AFMER, HR
RUED, KU AP RN T OKEOZELE
FHMiiCE 5, Zhickv, A N— L E
T, BEERZ A 20T, L0 IEfERFEEERE
WFREL 70D, FERE L TRERE XHALIEN &
TR ARE CIIET D RNS, BT EPEE A
TRERERT AR — b DA LI LY, BEOEAM
FETHROUHELBAELT D,

IFEOREREX T 7 A4 N—REIL, KER
B SALIE O EAE Rl O 272 53, FM T Ok
%2 % X T THRB O EERFETFIEIC 7 D FTREMEA
BV, MET—FEEE, L, XV E
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RERERHI 2 AR & %,

F ik

WEORES % % FEBICHRETS L & big, =
FUs B DI % BT & ITHRET 5,

SERMEATE BB OARIGHTHT % TRERE X 7 7
A N—REEITV, FREEAT R & 8T o> e
BPLEE L, GBBES B MBS U T AREE JER A
BT BT ROHER 2 A2 230 A IR 0 ARs%
T7Hu—7 v 7 T5D,

FREPORE L 7 7 A N—RETRAERTIC T
hm B 0.02 mghkg, IF Y7 A 0.1-0.2 mgkg,
JEFTREEE LT oA U ERRHRL, REET
TR N THRIBNESEZRA L, HARGHE, HXET
B FOREBLOREXOFTREBETD Y,

B R

2020 FELLBE CHAFE TICRBRE X T 7 4
N—IREZAT - TCRIEBOIERNT 13IEFIH Y,
ZOHHIXICKERCOFT L LR, Wi
T — ZIFBUERRNT T, SRIEFI 2L, Ao
FERIT ADBENZ DN THET 2R 5,

SEXH

1) Kamran A, Jennings RW. Tracheomalacia and
Tracheobronchomalacia in Pediatrics: An Overview of
Evaluation, Medical Management, and Surgical Treatment.
Front Pediatr 2019;7:512.

2) Andropouls DB, Rowe RW, Betts JM. Anaesthetic and
surgical airway management during tracheoesophageal
fistula repair. Paediatr Anaesth 1988;8:313-319.

3) Dodge-Khatami A, D Deanovic, P Sacher, et al.
Clinically relevant tracheomalacia after repair of
esophageal atresia: the role of minimal intra-operative
dissection and timing for aortopexy. Thorac Cardiovasc
Surg 2006;54:178-81.

4) BRNAR, B4, AR, M. K8 XERA. &
BINKHR, FAERERER AN Ry 7 FURESAL,
R, 2021;132-140.
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TR A F-OER R BB > T OWFFE D 13 IE R
2 7aun,
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A P JUTC 0 0] 104 7 3% D £ 85 IR - <0 e A ok it % 7
LT L, TRERIEICOWTHREFT A Z L,

B &

2005 4E 1 H 1 A5 2009 4F 12 H 31 B2k
WCCHIRID 7 % R a2 T L, BUEE TIZ
iteIRRE O N T — T VIR E & 1T o o B 2 XA
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PIIRMEE CRESND Z L DNH DN, TOED
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HHRE 21T, REEE W5,
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2009 4E 1 H — 2015 4F 12 A 12 1 mk R o3
FRERICKR U TR T = — 7 BB & 5T S
T2 126 B 5 &, He R IR 25 28 1 B O S e
D 40 Bl E BRI L, B 6 R S TROIBSBIE %
1T Tz 66 45 127 Haxtg s Lz (K1),
HEHRT = — T R EROF E TR M F
ROTHREZHE LT, PHRETFE LT, WIEEME
PR T o — 7 RBENATAIO | iR L, 3D
FLIGE B RS, 7T /A NUIBRIROF & CREt &
TV, TRIR IS 3 e ORISR & 1 ik
FF D FLZS M B FE O LL 2 0 2 TG L 7=,
HEEOHRRIZOWTIIe VAT 4 v 7 [ERSy
Br, FEEEOTRIRFIZE LTI ROC i#HTIZ T
et E17 - 72,

B2HMPEXOZE7O M-I

B E R OB MNIX pneumatic otoscope % H
WTAT -7 3 2 H UL EORIFHTRIE CUEED 72
VMEBNZ X L C RSBl T TOSBHIKT = —7
BB 2 M T LT, MEIRFEERERL 20k 5 75 ) A
NHFRAERES] TIXT 7/ A FEIERHT & [RIRF 1217 -
Too T a—TIEMEN 2T HIL 3 RRICIRE L L
Tzo Fa— 7B E TR ER OB HME T B R
FHITIE, 30H U EORIERIEE CeRE N e
NWITHRELZT- 72, 1EU EBHETEROR
RN 72 <, BIEZEAL S 2R AUTBHIE T B R IGE
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HE CRIRISE IR T = — 7 BN 1.6 5%
REL AT <A, (ISR BLA0 X BRR AT 1T 1 ke Tl
L3 %, 3k ClE 3.3 miRp it T Sz, 77/
A REIERATIE 1.6 MR I HE T S AL7z, BRI R
RAEIX 52 4ETH o7,

O fFEH R T = — 7 R E T

FRREEE 25 HICHE T S 41, 5 HICHREDN 2
BT STz, PR E ORATHE P I EIX 1 B H
T 427, 2REOFRFEITTRTHT,
O/ STNY i
(1) 1 %RF D FL2E M B AT

HOEIE TR E H Y TIiE 178 mm® (range: 70—
413 mm®), PR #E 7 L TiX 190 mm® (range: 62—
364 mm*) ThH-o7,

(2) 3krDFL5eMe B I

FPOLEII R E H Y TiE 314 mm® (range: 161-
641 mm®), FFEIE7: L Ci% 439 mm® (range: 112-
799 mm®) Th o7z,

(3) 77 /A RUIBRfi DA

BEELEITENZ25H0>2S, 77 /A4 K
BIRH 2 G T SN 7-0iF 10 B THh - 7=,

L ERFOFLEIERmE & 77 /A REIRATCIX
FRE & OIS BRI o To, LA L 3 ikl
DAL RHEBEN K E 722 & R E ORI
LREFRE 720, 3 EkRFO LI AL & T E I
AERBEERL LN (R 1),

R RBEICA B2 BE RN 2 b7z 3 L
REHHER 2 GTET VA& 6 DIER L7z, AUC
WZBWTIE, 3L 28 Bm A, 1 mRFslseis
BERE, 77 /4 NORiTEZFHETARRKD
AUC IZ@ o Mo EF 0 & K#ET R L, 1
REILZE M TR, 77 /A NUIBRIN, 3 HFEL
e B RS & 1 kLIS B A OO LI I PR i oD

&1 BEEOHER

Variables OR 95 % CI P-value
1 kIRl e e B T 1.27 0.59-2.74 0.54
3 Tk L 220 B i i 0.37 0.19-0.73 0.004

7T ) A FUIkR 0.96

OR =0dds ratio; CI=95 % confidence interval.

0.38-2.42 0.93




CEBERECI-EFE E52E E2®
207 (76)
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FLIZME BT B R P HARIC KV FE L IH &
N FRBEARAROBHETHEROFRIZIRRT
b7, BIEWKT = — 7 EERIPEREO L%
EFAL LA ROFEEREZHMESEL LT
BHAETHEROTHRICHIKT 2 L Vbt Y,
ARETTIE, SR T = — 7 B EINEATRTO 1
mkiF ORI ERI L 77 / A FUIBRIT Tl
& DR EIIA LN oTo, Lo L 3D
R BLHAEIC W CHIAE S K & W B B OfER

0 ]
L

AUC | AUC = Area under the curve

— 1 0.664 | ST TR

i — 2 0.664 | SMFILIES MBI+ Adenoidectomy
'(ﬂ; — 3 0680 | SMBSTLAENR I MBS, Z SR TTIN

Sensitivity
' _‘_|=|ﬁ

4 0,683 3PS BT Adenoldectomy
- 5 0,623 | MBI & PR D1
| 6 0631 | 1 5L

a4 an
1-Specificity
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HMELS, BRERBENL BV, F72 3D I
ZEE BRI AS TR REE O TRIR - & L TR M 72 FleE
PR INT,

PLEX Y, 1 sRICs R T = — 7 B &%
AT S 7B EMEP ERAEMNIC IV T, 3 kL
JeE B mEP BT EROTREF LD EHE
b,

FED

1 RIS SRR T = — 7 R BT 2 AT L7213
HPE T B RIEFZ W TBHMET RO TR T
DRFS AT o7z, 3 mFFFLSIE R R & WIF
EHRBEOMERMES, E70 3 il 2R
DR EOTFHIEF & L TEMTH D TREMED HE
LENT, 3L R E IR H kD
THRIRT LD LEZ BN,
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1) Valtonen HJ, Dietz A, Qvarnberg YH, et al.
Development of mastoid air cell system in children
treated with ventilation tubes for early-onset otitis media:
a prospective radiographic 5-year follow-up study.
Laryngoscope 2005;115:268-273.

2) Andréasson L. Correlation of tubal function and volume
of mastoid and middle ear space as related to otitis media.

Acta Otolaryngol 1977;83:29-33.
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FIHT 2REATA & FREREBROKE
N—%W%%%%LtommﬁgiT—&A—
AREREHELE LCE 1 a W, LI 2021 4
FEE T L THE L TCETSEMNE 12 &
725, 2021 R - A EHEERE OB R O E
RE- A KT A TR L 72 R KA HL TR
WEB5 T 2228 5 AR prge 1o L 0 Bt L7,
2022 FEJE X 2021 A BERIFSE O Fm SCAL I IRERE & AT
J.Urology TV ¥ =7 b &NT27- M % iR
FLELIUTONE BETOLHEE) #FEK
& LT Spinal Cord IR+ TH %,

Study Design : Retrospective cohort study

Objectives : Firstly, to investigate the prevalence of
new DMSA abnormalities according to the age of
patients with spina bifida, and secondly to evaluate
the age differences in risk factors for new DMSA
abnormalities.

Methods : All patients with spina bifida requiring clean
intermittent catheterization visited from 2009 to 2021
were enrolled. Inclusion criteria consisted of having

at least two DMSA scans performed at <12 years and

208 (77)

>13 years. Patients with no sequential data of video
urodynamic study were excluded. Risk factors for new
DMSA abnormalities were evaluated in two different
growth stages (< 12 years, >13 years).
Results : 57 patients with a median follow-up of
18 years were included. In the end of this study 22
patients (39 %) had DMSA abnormalities. The
number of patients having new DMSA abnormalities
in childhood <12 years and in young adulthood >13
years were 10 (18 %) and 12 (21 %) respectively.
After the LASSO logistic analysis, three variables
including maximum detrusor pressure, vesicoureteral
reflux, and bladder trabeculation were recognized
as relevant factors of new DMSA abnormalities in
children <12 years. On the other hand, vesicoureteral
reflux was the only relevant factor in young adults >13
years.

Conclusions : In children with spina bifida, there
was no age tendency of the development of new
DMSA abnormalities. Vesicoureteral reflux affected
new DMSA abnormality in both childhood <12 years
and young adulthood >13 years. However, video
urodynamics parameters were relevant to new DMSA

abnormality only in childhood <12 years.
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HINDT F7 4 T % —BEE (N) 2 (4 %) 3(11 %) 0.38
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7 R E—EEER (N) 19 (44 %) 17 (61 %) 0.23
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A RO FRA THIZE ) IR VE 0 0 1k ikl ds v
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W ETRIRAS, UTBEE O/ NERHEIZEZ ~ Ot <0
MEERDDL L&, RAMREFETT, HXE
gy, BEREEN, /NSARBRETEAeR LIZ< W
WHER S 2 BT 5 Z LITRMTHD L EZD
o, B O/NEREIC KB IS 72 NSRS
THEXZ BN EEIL /2D EB 2T,

NRFEREVE NGBS BT B34 = — T — DIfTE

H R
AR, /NEO 7 v — fFoiEEtE KiE R & o
PAEVERGE R (BLF IBD) (1 3HENMERICH B, /I
B IBD (X —MMIIC AN KV ERET, L VBRED
BWVRIREZET 52 L RE0,

IBD O@ZETIY, BWHEREBAHR T2 LN E
ETHD, BELTODDEKEL TODNIER
RHIRFTR, MET —& 728255 L LK
IENEBIR A CRBT 5, L L/ANEIBD B
OISR I XEFF DS LE T (4R TIXITIE 24
EHMREET TITo TV 53), BB I3 ED
N2 oTo 0 72 EREAN & i LR D ~— RLA
B, ZOTD, RESREZ T 57201
IXIEfE7e IBD OB HIENMNETH D, LL,
FARARAE T b IR CHHE R oM A R, iR
EEBEDN T THRET — & TRIEMKG) LF7
LTWBZERDHY, HWNEET LI EBEZ,

AR, SEIEREBTASA~w—D—I2LD
BRSO TR TR, RIS R OF AN HE S
NCnb, IBD BFEICBW LRI LT T 7
Frounf v UyFa2 ) asaT A (L
TLRG), RFEFaAEZ 7T 8RS
NCTHY, 2OFRAMEICHONTOREITHR SN
TWABRNRICBWTORAMEIZIZ-Z Y & p
o TIEW W, ARBF5ECI3/NE IBD B#F 128

O

WTAA A~ —0 — DO APz Rl L 4% D2
WRNETHZ L2 A ET 5,

F ik

2018 47 b BLAE £ TITYBRIC ARE - MR L T
BY, NHESERE - HEZHICEY 72— 0
MEBERIGR WS BE 2R E L,
N—F x v MNERRERRIER & O AR E L
PE O RIEVERGR IR, SR RE AL 0 JRAE M ISR I
(unclassified IBD) 1% HERAN L7, P4 R
FORBITEH], AN A T~ — D —%RE
L, TALITHBEBERN & 2 0% 7l LTz,

B R
EEMERGRIT 144 (KD, Z7r—00E7
4 (F£2) Tholo, BIBMERBEREH OIEBH
@ LRG 139 JfE 26.8 pg/mL (9.1-55.5), AR
O RAE 9.6 ng/mL (6.8-14.1) TH LR AE
EERO, BEhHLvTaT s F o CrIiEihig
@ 35 10,800 mg/kg (4,850-81,600), T fiFt 1
O HE 39.1 mg/kg (9.7-3,180), JRH T 1 R X
77 Y ORI O WAl 62.6 pg/gCr (21.3-
223.0), TR O HJLAE 19.4 pg/gCr (12.4-19.8)
& LRG & bICTEEN, WM CHEZEZRD,
71— AEDOIEEH O LRG 13 43.15 pg/mL (27.6-

FENNRSLZ E B ERE 2 — YR
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53.1), EMEH) 8.25 ng/mL (7.3-12.9) THEXE%  fi 130.05 mg/kg (28.7-464) THEZEZRDIZ,
RBDlz, FEHRANVT BT 7 F o CIEBH ORI JRP TR Z 7T D TRERER D 7 < MFET
fifl 13,900 mg/kg (6,740-65,100), EfEH O  X7pho7 (K1,2),

&1 CEBEXEXBEORKEH

LRG Calprotectin | PGE-MUM/Cr LRG Calprotectin | PGE-MUM/Cr
sk kes bl 2l (TEBN ) (TEE)) (T &) (RLfisy)) (LA (L3
pg/mL mg/kg ng/eCr pg/mL mg/kg ng/eCr
1 | 14 | M |UC (EWIRFERL) 9.1 5,570|NA 6.8 9.7|NA
2 | 6 | F |UC(&#EH) |NA NA 90.3 9.6|NA 19.4
3 | 12 | F |UC (&FEEA) 46.8 28,900 25.7 9.3|NA NA
4 | 13 | F |UC (&3 [NA 7,980 223 10.5 57.8 19.8
5 | 10 | F |UC (ZEflf&EREL) 11.7 5,340|NA 8.3 11.4 12.4
6 | 14 | M |UC(&#EIHH)  |NA 12,900 36.5|NA 379 19.8
7 | 10 | F |UC (M) (NA 25,400 415 13.8 26.7|NA
8 | 12 | F |UC (&F55) 22.2 4,850 168 8.9 547|NA
9 | 14 | F |UC(&F555) 52.1 51,100 117 8.3 51.9 16
10 | 12 | M |UC GEHAEA) 19.5 23,300 98.1 10.7 10|NA
11| 12 | M |UC (&5 55.5 81,600 21.3 9.6 39.5|NA
12 | 11 | M |UC (&FE155) 19.7 7,600 34 11.2 16.4|NA
13 | 8 | F |UC (ZE{IFERGTY) 31.4 5,350 78.7 14.1 3,180|NA
14 | 12 | M |UC (&F5155) 31.8 10,800 46.5 8.6 38.7|NA
K2 /00— VRBEDRKEFFH
LRG Calprotectin | PGE-MUM/Cr LRG Calprotectin | PGE-MUM/Cr
B | il | PR | (TEEND) (&) (TEB ) (FLf3g)) (L3 (eLfirsd))
pg/mL mg/kg ng/gCr pg/mL mg/kg ng/gCr
1|14 | M 27.6 9,700 40.8|NA NA NA
2 | 15| M 425 40,300 79.1 8.7 229 12.3
315 | M 32.9 13,900 271|NA NA NA
4 | 14 | M [NA 6,740 667 12.9 464|NA
5 | 13| F 53.1 65,100 152 7.8 31.1|NA
6 | 13| M 44.1 9,950 119 7.3 28.7|NA
7110 | F 438 25,900|NA NA NA NA
T - .

POEMUMCr 4G gCr
g

g :‘"‘?%“WW g

a4 :

Ll Ll ] Ll am nER
L] L] nn

LRG E@RANTOTIF RpFORa sz 090
1 EEMKEREEORKIR
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% A\ @ IBD 29 T — XAl & 5 LRG,
FhhvrarsFr, RATaRy 7550900
TNRIZBWTHRBHRICERATH DL EEXD
NnNd, 5%IE3209H EDONA F~—T—PE
bHEHATHLPERGET D2 TETIEH LD, Filr

RIS K IG2 O A O FRAINC LRG (X A&
PR DL T 7 F oD R L TCWIREG %
BB L7, LRGIZMEKRE THIHZ LN TE
HlOERANT T I F LD HEEICRAER
TEXDN, SR LBRHORMEH D EEZ LN
o

NRIBEPERREIC BB HEHUF DRI GO NT

TR

R E 13 BRAR O SR JEENEE b P2 T ~ S AR
DILE L, MROEMIIC IV BRsh, ok
RIMRLEAR, BEEKTZRITRETH D,
FRATIEEEEAR BT V7 I VlEE 29 2
ENEL, 27 v —RERHEONERFERKE T
%,

AN D FRMERRE I3 RN D IEPEEE & BIR 1% - 42
FRRRD, NNETHRA L FKIZE 7 v —RE
R RS 2 L 3D D0, FEBRIRS 3 IEHRIR
72 EDBIR Y AT L a2 R TR S D
TN, FTo, BRATIRMREZ RS Z LT E
NTHLN, NMNETITEEU LoBERMRE 2
5, BERITDRL, PNEEERICEDDEE

oA i s

ELTH PRI EVbILTN A,

REFE PR BHE I ZRF R D 7y TREFS IR &
JRYECBIE R, NAREICK O RIET S [Tk
M NH D, RATIEZREOEIGE S E L,
BHIEDIRRZITO ETCELONEEAT S Z &I
ETHLHEETHD, 5F TIEEREDOREKED
TERESCHO PR DYt R 7 — 2 TR T\
28, VTR IS PEEMERE O H © 8 (BT PLA2R
P&, HUTHSDTA Fiik) RS, ResstERE
HEREDOZW ORENIEF IZHN b D LR o7,
A 1% R BHE O F2 W2 35\ THL PLA2R FLiE0HL
THSDTA HiiEDF M2 FAG+ 5 2 & RNHEAR L 72
B1EA9H,

% U C/N AR S PERRME BHE T 50 %A H &
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PURBGIETZ R, REIC L > THERDIXHHEN
REWV, FRIHCKDOHE &7 27 OHE TIIEE
RBFETR Y, AIRO/NLRFFEVEREEEE O 71T

AHTH D,

B iE

2018 D B HBRIT ABE S L < 1Xi@PE L T
NRIEPEBREDBF 2 X G L Uiz, BMBEREDD
Wi B AR ORI R 1TV, BEOFER,
B, ZEm, ZWREOIR - MRREDT —#,
IR ORET — %, IREANE, BLOBHED
P PLAZR FLiEEG M E X OWT THSDTA Hiik DB
PR Z R LTz,

#w R
SERF 1
FEREIR BRI RN BB TE AR I R D R s
E*{ﬁ?ﬁn%é GEMOBETRE L) 3wk,
BRIR CRARE B SN LR E %D, %2
%1HMg&E@mE%ERkioAmmmym
CIERT AT I UMIEH D, 2018 4E 6 AT A
ATV, EHRE L 2Z2W, vy ) v AN
R CTRE % Z 7253 Alb DR T3 ke x 7 v —8Ik
R L 722~ 727- 8 2019 4 1 H 2> 5 PSL 2 mg/kg &
Bith, A7 A F&E5TH AL EHITbT T
ol r/ua7+A77 I ReEpEEL, V7
07 AAT7 7 I RI2EESHIYVY B ACRE
IHIHRAZZEE, 2019 4E 8 H IR E ABRMAL 238
¥, 201949 HIZPSL & T, 2021 4 11 BT 2
VU Bk, 202242 AT NTOERELE T
1k L7 RBUEE CIREARMLEHERF L TV D
TR B IR BT O HL PLAZR FLIRIZENE TH - 72723,
RORELRR O PT PLA2R FUiRIE B, $L THSD7A Piif
XEtEch o7,
JEH] 2
FRICEEER B D22 6 5% R, 2018 FFREE DA%
PR T FUR 2 He1H S 2019 4F 2 HIC SRSk %
DFZIRET 1 H 0.7 g FREEDERAR TH o)

,—L.—/\
XiZo

SM5ETA

FOHRAITEAL L 2019465 A D HT1 H 23 ¢
@ﬁ&%é L7220 Alb 23 mg/dL & %7 u—+%
REE L Te o T, [FI4E 6 A ISR B A MR & hE 1T
UMEMEBHE D2 W, R4 7 A 226 PSL 2 mg/kg %
B LR ®EICZ LI Tz /) —LET =
F, YIraARY) UEEHEALRE, 202043 A
IR B R L, 2020 4F 5 A 12 PSL H1 ik, 2021
FLOAICTRTCOREERT LENBREE T
EAROFRIZFBD TR, IBEBARTOH
PLAZR HUIRITIER] | & RIARICENETH - 7208,
B ALRE O PT PLAZR FLIRILIGME, i THSD7A Hiik
T hH o7,

JEH] 3

2015 4, 1 pRHFICHPRRZFIE (ERIBRIE, X
T—U4) BRIE, BFEARMMERSBEAL LT
O & LIEEERIZ L 0 EE, 2019 4 11 A
SRR IR 2N HHEL L 2021 42 3 H b EEEA
JRZEFRD T, 2021 4F 4 BICB AR E ATV IREER
JEDOBZW, FHEE6HNSPSL &7 rAKRY >
R L, 2022 4 1 AICIRE AR L, 2022 42
7HIWCPSL Ik, B4E 1L Ay 7 AR v &
IR LBEERR ORISR T TH D, 1BERG
HTOHL PLA2R FURITEVETH - 72728, Bk
L PLA2R PLIRIZRG %, $T THSDTA PuikiLfat: ¢
otz

ZE =

ARUFSE CTIXBE LM OB PLA2R HUIRE % 3 4
EEICRO T, FBIEDFTEX S (2018 4 LLATD
FEIE) TIE 72V /N IR RHIE D B3SO BHR B A AR
HYLE L7223, K01V HUPLAZR HUIAE D A [T
Hotz, WEOHEE TII/NRBEMEBEIED 5 BT
PLAZR FUREEMERITHI 20 % & SN TWAR, &
HIZEWATREMED B D, Mt CIImERARE &
T EEBIEDBENR L, PRLDOTRTHA
T uA e mmIEEE O Uik ) 72 g i &
1T9 2 & CRIFRIBHERR LY o Ko T D, 4
HIEG 2 B L2 D TN TETH 5,
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KW — 7 VA7 — 7 TSRS A R BN TE O RGT

SmE B

AR, WY — AT =2 BV ) E—
FERBHE T 0 75 AOBRBENREL TS, U
B — MERITHIE R OME VIR LES MR T 518
WRETHY, ZHERRE T DHEN 30 UL
WESNTWD (E88 X JEMREE, BRI BEME 2
M, N TF o MU, BIRENEY A e T g —
2, Wty —r o2 o E, UV E— b
ATICIR BB L CWADIEr 7Y — RF—H 72
B, ¥a—h)—=RTFT—FTHLRYF ) LT —HT
bIE—EDOHITILFRETH D, I HICETY
V= AT —=FTHx= s Y HNO) E— FThhiE
M TE 5 REERD D, U E— MERORKIC
WIEHAONT 7 v 7 Z ARMETHY, fffr7 e
7T AP EEGEFR I TS (ExpansionHunter b
exSTRa ?, STRetch ¥, TREDPARSE "), A%
Tl ExpansionHunter % 3 A Uf#HT#E T O Wit %
1Tolce T—ZiZa— U —=ROESF ) LT —
ZLEABIZET Y Y —LT =X EFH L, Zh
HIZOWVWTHET 5,

H &
1. fENTY AT L OGS - ExpansionHunter
U E— M7 v 77 F A @ ExpansionHunter %
BALT, SHICHEBOBREORBFER Y 7 A
o vef 7 7 AN) EREG L THITEIT Y129
\Z, vef fif > — /L@ VCFtools b3 A L7-, Intel
Xeon 3.50 GHz Zprocessors 4cores, Memory 64 GB
D~ UERER LR,
2. va—bV—FORY ) LT=F &Y
v — MEROYER B L O RO
i A L7z ExpansionHunter {ZC¥ g — h U —F
DEY ) LT —F 1I3HBIKRD Y B— MER ORI
ATV, TR R & at L7,
3. Ya—hI)—FOxTy V—LrT—F &M\

7S NI G S

U e — MEROREE L OWE RO

A L 7= ExpansionHunter (Z T a3 — U — R
DETY Y — LT —4 208 RIKD Y & — NERD
Bt 2170, fRHTRE R A Wt Lz,

BREER

AW ciz) v — NERBH 70 7 T A
@ ExpansionHunter % $ 72 {238 A L fig 47 % 17 -
7o FRNTETERRIZY — 4 v 2RV —R&EL 7 7
LAy B Lizbam 7 7 A IV &
AB—R ETDHE, &F ) LT —FTHLETY
Y=L T—=ZTH I REHVK 145 15-30 8
LIELAEER RS T, &Y ) AT — X Tk
ExpansionHunter 238 7E L7z U & — hMEHfEE 4
T (38 MFT) IO\ TN N FIHE T o 7273,
T Y= AT —=H T ONBEIFTERVE
B oTr, =0 )—ATF—EDOPET T I
SRR DT — ZIFRE L Tz, filxiE
A hrro) E— MEMEEILY — R34 72
W, H LRV = FRRWEDIZrn & 22
Mozt Bbnd, =7 Y —KIRBT DB
o 9 %, ExpansionHunter O fi# T % 1T » 7= —
7 — LK D TEILLETY E— NEAHIET
x, o U E— NEEIMO ATREMEDN B D BRI
HELEVE— MNUIBRA LT O ZX 1 ITR
T (V= EOELOE %2R T), =7V —
LT —HTHDHHLOD, 5’ UTR X 3 UTR, intron
DY E— NERTRIEARER L OB Ohd o
7~ (NOTCH2NLC, PPP2R2B, PABPNI, JPH3,
DMPK, NOP56), 72U E— hEBRKEIED
2< H O (PHOX2B, ATXN1) »HiE s A EIE
5OX NV E O (PABPNI, NOP56) £ T&F
IEFThot,

BT LT — XTI, MBRRICHESRTY B—
NN O ATREME A & D A E S 2 E R Sz
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s BT UE—hESL {2 (hed8) ﬂﬁfﬁ;
AL N BRI NOTCH2NLC 5’ UTR chr1:149390802 7-27
F b/ NIMRFRAE 7 7 (SCAT) ATXN7 exon chr3:63912684 3-19
HBE/ NI IFRAE 7 B (SCAT) ATXN7 exon chr3:63912714 1-8
e RV R AR L SRE (1 PHOX2B exon chr4:41745972 10-40
Tt/ MM FAE 12 Y (SCA12) PPP2R2B 5’UTR chr5:146878727 4-24
FH/IMMASTRAE 14 (SCAL) ATXNI1 exon chr6:16327633 6-38
/NI FAE 17 B (SCALT) TBP exon chr6:170561906 28-56
SR TR IR T BR L A %2547 (DRPLA) ATN1 exon chr12:6936716 11-36
ARMEEER) > A b v 7 1 — (OPMD) PABPN1 5’UTR chr14:23321472 6
FBE/ MM FRAE 3 B (SCA3/MID) ATXN3 exon chr14:92071009 15-38
N T R R 2 R JPH3 3’UTR chr16:87604287 13-22
T/ MEEB) 250 6 Y (SCAG) CACNAIA exon chr19:13207858 2-23
FREMEC A hr 74— 1 DMPK 3’UTR chr19:45770204 3-31
F /MM ISHIAE 36 % (SCA36) NOP56 intron chr20:2652733 2-17
/MK FHAE 36 T (SCA36) NOP56 intron ¢chr20:2652757 1-2
R BEVE R, X OE g 1 AR exon chrX:67545316 12-35

X1

IV —LICETBEHER

ExpansionHunter gt &7 07z T Y/ —L&EDS B 7 I ETU E— MEPRIETE, HDOUE— MUBMOFERIHD R
BICHMRLUAVE-MUISBRALLEEBDZRT (VE—PSRDIESDEZRT).

2, U E— MR RO E X E O3 K
W, IGV Cv v B 7T — X B fERT 5 & RN
o &V LHERENZNWVEDEHB TIRI— VL
Bbohdboidolz, —Hxr Y —AT—H Tl
AR IARIZ AT Y B — MM O AIREM D & 5 28
A5 B I, 4B FXIA=a—LThoto
25, LEE ) ©— METRIFE R OFER M OM S
INEL, IGV THEERDBHER SN0, BIER
FAED 72 D PCR % & AW - FEBRE L OBRE O
IRIERZHHER L TWVWDLEZATHD,

W — Aoz L, U E— M
Fric/kb@E L TWLDERr Y —RRF—&72
B (BWD B— MNMEIR D L IEfEIC~ v B
JTEDHTD), Ibatez K, et al.”? HDOMEE LY
va—hU—KRF—%TH—EDOMITILAHET
Holz, LOLEBRLYa— k) —ROHEITY
E— FEEO A IRKEWGE, OV A X%
EREIZ PRI TERVIERSH 5O THEEND/LETH
b, £AEOWRETE, Ya— bV —KDo=r
V= AT —RICBWTCHET Y Y NT 47 ) —
RN & 5 ChHIILFT A ATRR Th o7z, r
TV =Ry = A IWEEEETHY, L0 —
BTy VY — A — R BIT B

v— MEFTIE—EOA RS 5 L Bbh s,

X W

1) Dolzhenko E, Deshpande V, Schlesinger F, et al.
ExpansionHunter: a sequence-graph-based tool to analyze
variation in short tandem repeat regions. Bioinformatics
2019;35:4754-4756.

2) Tankard RM, Bennett MF, Degorski P, et al. Detecting
Expansions of Tandem Repeats in Cohorts Sequenced
with Short-Read Sequencing Data. Am J Hum Genet
2018;103:858-873.

3) Dashnow H, Lek M, Phipson B, et al. STRetch:
detecting and discovering pathogenic short tandem repeat
expansions. Genome Biol 2018;19:121.

4) Tang H, Kirkness EF, Lippert C, et al. Profiling of Short-
Tandem-Repeat Disease Alleles in 12,632 Human Whole
Genomes. Am J Hum Genet 2017;101:700-715.

5) Ibafiez K, Polke J, Hagelstrom RT, et al. Whole genome
sequencing for the diagnosis of neurological repeat
expansion disorders in the UK: a retrospective diagnostic
accuracy and prospective clinical validation study. Lancet

Neurol 2022;21:234-245.
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BRI TV MEREAEEBATT 7 — Mtk
B L b T MOk Bew? w O HET?
PRI S I A TR R
o EET

iELoic

AFTIRAER] 2,000-2,500 ADF E & 23/ NER
BB S TEY, /MR AN 10,000 A2 1
ANDEIGTH D, Sl FrZER OB
FOVEEOREAIIZE Y, EMERERLIZLD
O, M TERVBEN ERGET D, EET
BAE oS FIE N OBRERE A MAaEEHT g,
LR D 5 AR O/NIFE T ED 5 b, B
EMDRE TOIELCITAER 248 A LS Tw
Do PRNBSLZ b EEE 7 —ICESE H T
X, 10-15 A% O/NEBAD T EH = H35E
TR L TWAZ L D,

DORETIE, MNERADOFELEBIE, FEA
EWRFBEEEL, FEBTLNRHLLIEELTY,
— IO MIES & RV CTHEEEREZT ) VAT A%
BETHD, XY 2 T/NLEITHADEEIEN
T %Y, 7AVIT/HNEBAD A9 % ? BNIEESE
LTWDHIRE RE LT TER Y, TRAEIC
B AIEEEROEEIIAE TH 5,

FEEOEETIL, bbb bRFEIc)
L2 EEHLEL, (EBERIIBITLELD ) &LEF
B LTY, FOHRIZ/NNENADIEEERERBRO
HHWME, FHMBEAT—a by, E0
FRE D RFIT 2 £ CRIFRATRER O D, /NERAD
TETRBIZOVTOHFERITIT LA LR, BED
BB SN TV, 22T, /MRS AR AR
L LT, MERINETFIZRBWCHHNE®E, #fEL
OREMIE @ L CEERRZES Z & T, MR
DB DIEEBITICBIT 28R A RS 5 2 &

ZHBE Lz,

B, BUATO TECThHoTEEN 7Ly b
ERR () ([2oW Tk, BEAEFERSEMIE [V
RRADFEBITRT D FE L IR R AR
DT D DRFZE] I T, EETHD 5%
FrF LDl T Ly MEEKRLTEY, 40
D BHNTRGR OBLRHIBENE DA LEE LT,

NREFE

FAEHIMIL 2021 45 12 A5 2022 4E 1 A & L,
T BT B ARERIS HP OB A h oD 4
FINBRNOEEF MBI, 7V =y 7 271 1t
L, MERNNEFRBEEAT — > a Uk IRk
INTWD, 24 RIS ATRE & 7o 13/ s vl
HE7R % 804 2 AT & XIGe L Uiz, BRI AT -
TWDZIEATICE L TE, BDARE~OREDY
DPRWEZHER (Em AR MESE) 1XBRA L
77o HMBHERAT— a ITELTIE, 24 KRR
KPR RTRE & 72 13/ N RHIG FTRECASMEBRAN L 72, iR
KRR OT VA NI XNORERELTH D, &
FERXIZARFE S AL L, 1Mk 1A% & Lz,
TWotN—a— REFH L RIESCE A Bk L
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7 v — NEBIZOWTI,
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OIBROEER, B, BEOEH, RERED
R, RREEEOER, Z#, PICC, CVE
B, PHEEE, VEY, REEHE (N,
READ), BRI H (PCA & T /5iH), HUEE
3 ONIR, AU, fEEEMS ATRED, PiE
A, HLEARGE S B, 24 BFAR D O E
A
M. /NEBSADOEFBEROEEDZ T ANFE
ERREAE & L,

I, A, /IR L CHRILATRE R EREIT A O
WEIZ DWW TEOR IS AT @M & Txbis Al
QFNEARFD 3 DL TORIZ % KIE LT,

RN FIEITHEMERF TH Y, KA L/NEOESE
O BARRTE B O LB DV TiX McNemer &
Bz W=,

w R

BRI AR L2 1,075 5 B, 234 (21.7 %)
DEE 8T, DI 5, 94.4 %D BHFIEIZIHE
BEXhiz,

[\ SN Mgk ONRIL, FHE#EAT —Y 3
VIR 164 Rk, 7V =, BT, ERiRED
PRI DS 66 ik, LRLoOOFRMR 1R THh o
7o B LT D — sk N O FERT ST P g E
BATHY, 0ANL 244 LERD-T, Tz,
BIRFTD 5 5 80 % TId/NERENEH LT
o lz, 18R DOIEEERDOREBREIC OV T
1%, 54.3 %DMIER THEBEN B o7y, K TR
ERONIp o T2,

ISR A BRI DIEBEFEORRIZ OV, &
Bd v p 49 figk (22 %) THY, TOFTOR
S IE 3 BILL T 28 80 %, 4-10 5173 18 %, 11
FILLER 2 % ThH o7,

T, EEEETITZDEENEIZOWTIT,
AR L, FIEE, Sefhfd & TRHSATRED AR
H/NRTIE TRA[ ] LB DMRNEHE L5,
(P<0.01) T XTOHBTHEEZRDZ (R,
EEWwIMICIBWNTIX, HMEE FMELED
T, MATH/PNETHRERAALL, ZDIHEHE
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JRSEAE B (50) 88 74
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(n=26) & ZEBE (n=41) 12507 TEMDMEHT
BiTolcbZA (K1) RPN/ LT
PR REZRERRIT AT DN T, SEBEDIT O 2N
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672HR
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ZRLTURL  ofIkE 10-2941 30-594 60l L
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Fo I U= AE B RS HI AR O 7= OBF9E ) BED
FEERLII CIEEEORE LT TS 7, £
72, BURHER CIXRAE AT & 6 42 & LI AE G
BEPHEES DT 2T 53K 0 Y MTFhhTH
D, FFENETHABOEEHIMO Y AT AED
DD D, —HEFOZIITIERARH Y,
RSO BIESCHHE R, HA T A ¥ fiie
EDVAT ASL WREELEZ DL,

7o, BEITNENABE EZT AN EED
B DT R B ARTE L TV 2B &
LT, NADOZWBEHTIZHBLO K & A2
RIEL CWARREMENR B B 728, S ORFEERD
HHEICEE L Cld—f—flosE 2 T8 27> T
SMENRHDZ L, ETRRADR AN 30 4
L EOZIFFTTIE, BB L TWAERMKH SN
ENG, INEPABE OIS ATEE & [EIZ LT
HIEHLEZOND, INHOEREL LI, &
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AT ~DEHEDT 2 5 WTREMEN B 5
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1) Vivkers J, Thompson A, Collins GS, et al. Place and
Provision of Palliative Care for Children With Progressive
Cancer: A Study by the Paediatric Oncology Nurses’
Forum/United Kingdom Children’s Cancer Study
Group Palliative Care Working Group. J Clin Oncol
2007;25:4472-4476.

2) Wolfe J ,Grier HE ,Klar N, et al. Symptoms and
suffering at the end of life in children with cancer. N Engl
J Med 2000;342:326-333.

3) KIIF, A BARLEE, L, M. /N A O FEERER
TT7 — S TOmIY A BANRMAE - SR
MEFE 2014;51:379-378.

4) P2 WEA, RIFERY. RN TREAE 2%
DINRNABE L FRA~ZEEEZT D O A TORNE
HEATOWNEER L0 =— X, AA/NRIIE « 23 A Fa58
2022;59:167-174.
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JRe S~ H ARG AT T~ 23 2017,63:729-735.
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7) EARFZKER, W13 B, RIS T KRR



CELEREVI-EFFE $B52%E ¥25
233 (102)

K. AT BB AR B E 2 A RHEER A
JeHEE DNERB VBB T IECEROEREEH Y
FIZBT AR s R RS 2021;25-29. (WEB)

HM5ETA

8) KiGSA, KHLE—, BAOFITLT, . 351G %
XL L fEgini#EHE S O EhEIC oW T AR
g M a2 56 2020;66:685-686.
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J6 KM Jifi & 38 A7 7 congenital pulmonary airway
malformation (CPAM) 2185 S 415 Se R IEFEhatE:
Mk, BEMT XL b T RBREh
%, TAE—H0> CPAM 7 R & L T i i fifi 35
pleuropulmonary blastoma (PPB) <CfilifE 0 FIET 5
ZEPREINTE TS, flxlE, CPAM typed
& PPB typel (purely cystic PPB) & i3 AIRAY, #Hik
FHIFTR & bICEET MR H Y, WEOE R
& LCDICER! iz T OREN MO TND Y,
%72, CPAM typel °—#0 CPAM type3 Id KRAS
BT E2AL, MEEORMBRARETHDLZ &
PSSR, S6ig, HAER - LWRICALh
5 ffiEE MR 25 C & 5 fetal lung interstitial tumor
(FLIT) @ —%BTi% ALK @ &85 123 i S,
inflammatory myofibroblastic tumor (IMT) & @ ¥
BEEOREREIRM I TS MY, &bl FF
IS D R R B 5 D& w1 B A D i &
noo2b5% 7,

Z D X 51T CPAM D AH 4 Z 32 1L [K A3 5
2B AREED IR SN TR Y, ERIERME R
WEESNTWRBORIZ Y, BEBEORT v
TXNEROLDOLHL LN LRGN TE
7o WUIZRIBHIEDFR D= DIZIE, 1ERDIEHE

Y FRRAL TR0 - SR LR B I 2 T,
ARIER 2 - o TAEMFINTEE Y AN
W HEDRES AR D BTV B,

AT TIE, RN IE-D < JeRIEZEfa i i i
OYEOMEE B LT, MRFER X oG
BRI EIT ), ZOMENSELNT-AR
i, JERVEZRIVERIREBICA U D IERERED A D
=X LDEH~OTRMD E B0, ZOBMER
FORBIZERRTE 2 52 5,

WMEAE )T FLIT (22 C RNA v —7 A &
T, BHEHOFBBOBR R &M L7z, FLIT iX
REFIRIFETIEH Y, BUEENMAEEE X 0 R
R G CREE FREOBF 2 TEL TN DY,

AEEITH T e R R R 2R b b
BB O OMETE, RNA > —7 2 2 &2 HWT
1T-o7,

X &
YRT = A 7 OB ERE L Sl S i F
BIEB 25 & %,

%K
LLRNA v —/ v 2

Jifi D FHFERR IR LV total RNA ZHlii L, il

D RIS EbERE o Z— BRI
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sex Gestational period Body weight at birth ~ Lung/body weight ratio Outcome
1 male 39-week-0-day 3,690 g L7 % early neonatal death (3 days)
2 male 38-week-6-day 3,120 g 2.1 % early neonatal death (3 hours)
BRUSIZ & 0 #57- ¢cDNA % VT TruSight RNA X #k

Pan-Cancer Panel (Illumina ) (2 X2 % —% > b
=l AR oI,

w R

UROFRO T — A 7 L0 TSR 25
OIIERNT 2 FlhH S 7=, WIFh b BT,
ENENEREHIL39E0H L 386 ATHY,
A% 3 HE S THAERRYECICE 72,
MR AE I 3,590 g & 3,120 g T, JHAELLAS 1.7 %
L21%THY, MR T ol (R,

JEF] 11225\ T, RNA ¥ —47 > A & {7 L,
B OB R T RE S S, kT
R EBDETRNA V—F7  ADFEROBFH T
HB, FEH 2 1IZONWTIFBERNA & —4F7 U AD
FEROMETPTH D,

-

FLIT 13 TH# C, AR TH 20 B, [H
NTIZABIOBREICHEEY “Y 2055 1Tk
ALK @& BIE T 2RI Tnd, Ytorx—
T —HA 7D 1B T ALK @A F i S
NTELT, BEOERITIIR R 2 BETFREN
HDHZENTHEEIND, EEEETORNA V—
v A e AT R RTC FLIT 8AEIC D 5 s+
DM ZFE L TWDDT, SR LA ffi
LG omEEZ AW, FEETOBRNE TE
LTW5,

FITAE, RO RER & ShTEEE
DR B EE T B 2 R EEREORT
VA NERFOZENHREINTND, I TARE
FEXFURIDS B 5 202 TN TR W R AR
20 2 FHZ OV THEFEA 728 (5 1 B OME %17
VY, I CREE G T ORESARR S L, K
FELE IR SN BETRE ORNERRED
Bt Zim L TWE N EEZ D,

1) Messinger YH, Stewart DR, Priest JR, et al.
Pleuropulmonary blastoma: a report on 350 central
pathology-confirmed pleuropulmonary blastoma cases
by the International Pleuropulmonary Blastoma Registry.
Cancer 2015;121:276-285.

2) Nelson ND, Xu F, Chandrasekaran P, et al. Defining the
spatial landscape of KRAS mutated congenital pulmonary
airway malformations: a distinct entity with a spectrum of
histopathologic features. Mod Pathol 2022;35:1870-1881.

3) Onoda T, Kanno M, Sato H, et al.Identification of
novel ALK rearrangement AZM-ALK in a neonate with
fetal lung interstitial tumor. Genes Chromosomes Cancer
2014;53:865-874.

4) Tanaka M, Kohashi K, Kushitani K, et al. Inflammatory
myofibroblastic tumors of the lung carrying a chimeric
A2M-ALK gene: report of 2 infantile cases and review of
the differential diagnosis of infantile pulmonary lesions.
Hum Pathol 2017;66:177-182.

5) Vincent M, Karolak JA, Deutsch G, et al.
Clinical,Histopathological, and Molecular Diagnostics in
Lethal Lung Developmental Disorders. Am J Respir Crit
Care Med 2019;200:1093-1101.

6) VEEFENE, BT, B ILEL fll. Fetal lung interstitial
tumor® 1 fl. AA/NRIMIHE « 75 A Fa RS 2022;59:86.

7) Yoshida M, Tanaka M, Gomi K, et al.: Fetal lung
interstitial tumor: the first Japanese case report and a
comparison with fetal lung tissue and congenital cystic
adenomatoid malformation/congenital pulmonary airway
malformation type 3. Pathol Int 2013;63:506-509.

8) [T, BN, LT, fih. Fetal lung interstitial
tumor® 1 il H AR H A V22 MR 2013;25:619.

9) /NIFHIER, fiBF VR 1, CE# 1, fi. Identification
of Novel ALK Rearrangement A2M-ALK in a Neonate
with Fetal Lung Interstitial Tumor. H A/NEME « 23 A

eSS 2014;51:240.
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45 Ho 2 iz Ak LT1RIEB®
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JEDRERE SNEED TWED, £ EEHRITD 2
WHITHATEHORIBISOBRER E&2MD 72 &
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i DHERE % FFAT 9~
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72 106 44 A fRAT LTz, s IRIREE O 72 M iR A
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Sz o FREANAHLMTHBH L T\
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VAT N B BRAM LTz,
K MRDE & &AM RE

3 MO MEFRA % FifT T X 72 106 44 OPERIL B
304, 164 Tholz, FHAFRNT 427% (22—
635%), 207%fk 254, 30mRfR 214, 40m%f%174,
50 11 38 44, 60 3%ft 5 4 TH o7z, 106 H2KD
FRftih Bl X 2 BB OU 7 F o8 2 A% T
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(1,
* s & mAMEOEFR (X2)

ARG & PURMBOBIRIZ, 2B Y 7 F 45 2 2
A#%TRRHEBEH Y (r=0.240, p=0.013), 6 2>
Atk TS Y (1=0.283, p=0.003) &, £
BRSNS PR X S &0 D 53V VFEBE 2 3R
2o 3B U7 F 8 6 M H % Clddn & ik
fHDOEMRITFRD DD > T2,

* 3 @D HmAMOHERERFR (X 3)

SEAE L 724 2« O HUARATL O 7 BIBILR 1T, 2
BBV FoERm2NrAK%E2RIBEY 75
PEFE 6 20 A % OPUEATIC X8 HEBI 2 3R 7=,
(r=0.891, p<0.001)

2B 7 FUEE2PA®%RIBEY 7 F
VEETE 6 0 A% OPUIRM I I TV AE B & R
(r=0.273, p=0.005), 2[EH Y 7 F BfE 6 M A
#%E 3EE Y 7 F U HHE 6M QPRI B 55V
&7z (r=0.250, p=0.009)

KM RO & mAMFRE (R2)

RROER (T VILX—JE - @I/ HE RS /
W B 78 & OFAER S - BN EIE - EUEEE - )
HIE) ZEICHMMER R EERE LT 2 A, 1
HY4720 B — A 350mL L LD 7 v a— L% 4
HEULEfREe N3 3 HUUND A & BT, 2[FH
U 7 F R 6 3 A& THUIRMm DA EITE o 7
(p=0.009), F7-#IZ 150 /3LL EOEEBFIEOH 5
NI, ERULLTFOANEHART, 3EBTY Y F 8
il 6 2B & OPUAMELN A EICE 272 (p=0.024),

x1 MAROEREHAEMHRE
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* 7V FEBEORIRICOEE (K 4)

BIN S OBEEIILLTO LB TH D, 375
U bEoREE (1REDOY 7 F Bk ; 292 % -
2EB DU 7 F o BAE% ;623 % - 3EBDOY Y
F R  45.2 %), R (51 % - 68.9 % -
58.4 %), HHJE (24.5% +39.6 % - 245 %), T
(6.6 % *+9.4% 6.6 %), Wart (1.9% - 09% -0
%), FEPUR (T1.7 % - 63.2 % - 44.3 %), A
(85 % *21.7% + 142%) ThH-ol-,

* 7V FEOREREMFMORBR (T 3)

BRI DA & HiRloBEfR & LCTiE, 375
FELLEDORBAETBDTZIE D D, PR &V &
WOSERE ol 2BIAY 7 F U2 A%OH
R YfELE, 2EBE T 7 F U BICERAERD T
A1F 1,223 UmL, FEEZFR O R o 7o AT 721
U/mL THEE B 72 NN A B ITHRMA E 2-
7= (p=0.001), 2@ B U 7 F > 6 A %O
PR, 2EE Y 7 FoAEE%EAE RO
AP 804 UmL, FEEZBD o7 AL 512 U/
mL CTHEAZBD - ADA BEICHEMA E - 7=
(p=0.003), 3[EIHYZ F > 6nH%ZOHKRMF
BB, 2EE Y F o ERBERRAERDIZAT
6,514 U/mL, FEEERD 20> 72 AT 4,016 U/mL
ERBERD I ANTHEICHUEMA R L, 31H
HU 2 F o %R EEZ D72 AT 6,353 UmL,
B IRy 12 AT 4,450 U/mL & 38 E RO T- A
THBIZHURMA @2 72,

FELISME, RSOGO H I L AHURMNOAE
ZTRO o T,
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s FTIOFHA2m 20B86ME 703
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EXat.)

- BEICBW T EOFEMRIZE VT COVID-19
UrFr (aIFT ) BEEEOTURMO LA
R LT,

< AEHD & PURMIIZITA B 2 RR 8, R E WV E D
S AIREN PN/

- 3EIE U724 % OHUSMEICAHBI 2o 72,
<4 BU EOBEEIEEZRO S 0L, HURil
PEMN - T,

< BT 150 43 LA EIEBI AT O b O, HrklAs &
Mo,

- U U F RS ORIFOS TREAZZED - H O
PUAM S & Do 72,

Z =B

2020 4 11 AT RBIERERRRIC L - T, st
T 7 7 A P —HE mRNA UV 7 F U 13#H R o o
FTAINADFIEE 95 %iMZ D &S EVEhR
BaRENTZ Y, FEEERAERZORAMEIL
BN EHRENTND Y, BISGO HELSEE O
ZIXH D OD, BB ORI G &
ZLABO-ZLIXZOXHEEFR L TH -7,

JEA B DS 2022 4E 10 HICRE L-Han
;U7 F BN (3 BB BERE) IChhb bR
Rkl L O aMHE (24— MNd) o
NLENTWBEIRIG L RETH 722,

F BTG THURMMA A0 g i E
DOFECMER 72 & DOFE T & Frifffi O BIEIZ DT
HLFERENLORE LFEETH Y, BRI
EREVNLT 7 FrOEMHIZ W EDT
ERZIVHRESNTWDER, YerF—izkn
THRBOBRTH -7,

153 72 E®) 2812 150 43 UL EfkE L TIT> T
2 &0 RiEERE I, o v T A L R RYYE

SM5ETA

(COVID-19) O HEGIEDHRE Y 227 2331 %
K<, IRYSEBHIED Y X 7 ¥ 37 %R\ & H[EH
DT FTAT— BV R=T V RENSHESNT
W5, HSITEEINY 7 F o PHEROM R
40 %EH 5 2 E bR LTS Y,
DIVOIVUTIEFIE D D 7 < A Y X 7 SOEEL
VA7 ERHTDZLIETEXRno720, HWER
N Z T > TV DA EBEEIIER DRV EEE
DNDFFWHURMMAE N - T-Z & BB LTz, =
D& LVAEEFEEBEORE LIX, i =ae)oht
ROMERFZAHZN T, REYE TBL ORI
EMEDS R X7z,

X #k

1) Polack FP, Thomas SJ, Kitchin N,et al. Safety and
Efficacy of the BNT162b2 mRNA Covid-19 Vaccine, N
Engl J Med 2020;383:2603-2615.

2) FAlow Uy F U BINEERE (3 [l BERD) (0
D5 RERGMER L O aRE (2R — M) R
s
% 88 B AR AFERE TR - U7 F o oftail
DO FHiRas, A0 4 GEHEES 18 [P - gL
LR SEELFZ R RL 2 RS
“E1-9 XY

3) COVIDY 7 F ZRF D IS5 % BUE T 2 itk
DR THERF:
https://www.ho.chiba-u.ac.jp/crc/dl/patient/20211215
COVID-19_vaccinestudy.pdf (202146 H 16 H)

4) Chastin SFM, Abaraogu U, Bourgois JG, et al . Effects
of Regular Physical Activity on the Immune System,
Vaccination and Risk of Community-Acquired Infectious
Disease in the General Population: Systematic Review and

Meta-Analysis. Sports Medicine 2021;51:1673-1686.



