fEINEERE, 67(4) @ 253~258, 2019

7%y F—4 )V A B2RPGEIC X b MERE AN
U SHKRERERE O AR B LA R o 1 61

WK R LR Bk K
AT B N TR SRS B E > & — /A

A Neonatal Case of Coxsackie Virus B2 Infection
with Symptoms of Hemophagocytic Lymphohistiocytosis

Jun Sumvizu, Yuta Marvyama and Ei SHIMAZAKT
Department of Pediatrics, National Hospital Organization Shinshu Ueda Medical Center

Hemophagocytic lymphohistiocytosis (HLH) is a rare, life-threatening hyperinflammatory syndrome that is
characterized by uncontrolled activation and proliferation of proinflammatory cytokines. We describe the case of
a 7-day-old female neonate with an HLH-like illness associated with coxsackie virus B2 (CVB2) infection. Her
perinatal history was normal. She presented with fever and was unwell on the 7th post-natal day. Laboratory
examinations revealed typical abnormalities of disseminated intravascular coagulation (DIC); thrombocytopenia ; and
increased levels of serum ferritin, aspartate aminotransferase, and lactate dehydrogenase. Her symptoms and
laboratory data partially fulfilled the proposed HLH diagnosis criteria (2004), and we initiated treatment for DIC
and intravenous immunoglobulin for the HLH-like illness. Her symptoms and laboratory parameters gradually
improved, and she was discharged at the age of 30 days without any sequelae. Her development and growth
were normal at the age of 1 year. Subsequently, virological analyses of the patient’s serum and throat swab
detected the presence of CVB2 using the PCR method. Thus, we arrived at a diagnosis of an HLH-like illness
caused by CVB2 infection, which is only the 2nd case report to the best of our knowledge. CVBZ2 is an important
virus that can cause hypercytokinemia that sometimes leads to HLH, requiring specific therapy. HLH is a
potentially lethal childhood illness ; therefore, early diagnosis and timely treatment by pediatricians are crucial.
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A. HLH ®BN & % A8z T RE AT 5
B. HLH OFERZHHEIEEG 29 (8 DDHTRD®H H52)
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3. MERWA (2 R/MERHE)

Hb<9g/dL, PIt<100,000/xL, #FHEk<1,000/uL
4. MY Z Y& FIE>265 mg/dL

T3 T 4 7Y =4 U IE<150 mg/dL
5. BB, W, Fo) oI cmEREES R RO S

BRI SR v
6. NK A PERAE £ 7213k 4H
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8. I Soluble CD25 (IL-2R) >2,400U/mL
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41 %k 4 1% Coxackie 7 4 )V A B2 (CVB2) J&YE
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ZREHIC KD B e 2 S HRER U 729 A Ve 0 9 B & R
L7720 E 5 L & B IZHE T %,
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[F7R] 68, 05, WAAR.

(A0 o5 geieam] BEARIE330%. 3 ARAE 2 6pE (1 [l
T HEARGE) o IIRFPOBREGIER 7 ) —= > T
 (BEEA M SR, HBs PUlit, HCV $iuik,
TPHA %%, RPREME, HIV) dw§hd ik, 1
53638 4 HAZ BT E 0 720 F 25 EYIRIC Tl
o HIAERRAE2, 460 g, Apgar Score 1478 ¥, 5
558 1, 1057108, AL ofEEICHE R  FHERZE T
FHEIN TV,

[ 8547] DR 2 EEET X D kA ), §H
BHEEWRL TV, L ERE L. Toflilmas
o7z,

[FAa] % (45, W (15%) @ BB & oFEms
Lo

(RiEEE] B4 TOZRIE, RiEAS, REkRR
DREE Lo

(BUWREE] Hib 5 0@ IME T T ii38.4 T & J2k
iRz, MM % tifT L7z& 25 CRP 0.3 mg/
dL, WBC 10.2Xx10°/uL, PLT 0.9x10"/uL & Ifil/MK
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WA %BD3I BRI CHFLERRD H 5 7208
ML L7z, TORIIHEHRLC, WIS RIFICR:E
L7z HE7 HOUER, WAARD Do Mk % i
EFERE L 72 2 A, AST 6271U/L, ALT 178 1U/L
ENFEBIRE RO LA H Y, PLT 0.6x10"/ul, PT-
INR 1.57, APTT 112.7 sec, D-dimer 19.9 ug/mL
EH A DIC Wi e 2 i 72 U 720 FEAE & GLE O B
W, BEN DIC & U CHEPREOEIS & Hk L, =
R R B T A SO R~ etk & L 7z

(o s 2y fRT W) R 2,368 ¢ (HIZEREIL —3.7 %),
fKi236.6 C, IfE65/46 mmHg, U11%13210 /45,
Sp02 97 % (room air). iG&7& L, ZIIHITHZ L,
WP, OERE, MEE e Lo MEERIH, Bk, FWUE
Lo RIMMIEH, ¥k, BB R L.

(i B Bl ok 78 0 MR A RS e 2 R 2 1R
Fo HEMWRNRBEEE D L5, M/MUOACT, BERE
R &7z, CRP0.15mg/dL & ERZRD %>
72h%, 7x)F v 23,429 ng/mL & EW LR EMEERL
720

[ARBetgism (K1)] 720 FroFWE ES, 1
IMREGEA, EATEORIN, KT 4 7Y ) — 7 Y IE
A5 HLH otk (F1) (& 8WHP 3T H % i
T ORTHEHOD, HLH BOIHEEN D 5 & HIWF
L7z ¥ E LT HLH BROBREICH LTy Z a7y
v 1g/kg 285 L7z BHREEE L TRIAYED W HE
MaEEELTYZ7BEL (ACV), TYy¥IYY v
(ABPC), v 4 =4 v~ (GM) o5 %L 7.
FAEWDIC 237 4 1 (/MK 9,000/4 2 5, PT-
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#2  Hikn 7 BalEdiek by I BT HE H

i{[R=A HAbS il
WBC 11,820 /uL TP 5.4 g/dL PT-INR 1.56
Seg 37 % ALB 3.6 g/dL APTT 108.2 ¥
Lym 52 % LDH 2,422 1U/L Fib 81 mg/dL
Eos 1% AST 583 1U/L FDP 32.5 ug/mL
Bas 0% ALT 182 1U/L D-dimer 20 ug/mL
Mon 10 % BUN 24 mg/dL AT-II 46 %
RBC 333x10"/uL Cre 0.38 mg/dL TT 45 %
Hb 11.5 g/dL CK 121 1U/L HPT 45 %
Hcet 32.2% Na 138 mEq/L
Plt 0.6x10"/uL K 5.3mEq/L
Cl 108 mEq/L
CRP 0.15mg/dL
Jxz)Fr 23,429 ng/mL
ABPC+GM /3
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AT =3
M /T
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Plt X104/ »L IVIG ‘ 7 =) F > (ng/mL)
30 25000
EUL SN
25 20000
20
Hb 15000
15 RCC
l 10000
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5 5000
Plt
0 0
1 é 15 20 25 3?5 s
B 3

ABPC:ampicillin, GM:gentamicin, ACV: acyclovir, ATII : antithtombinII $4&!, rTM: recombination thrombomodulin,
FFP:fresh frozen plasma, PC:platelet concentrates, IVIG:intravenous immunoglobulin, RBC: red cell concentrates
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IS % AT > 720 /MBI A FE IS OIS LT B3
505 WER TG L2720, HiE7 25 H
W12 CREBHEIR AR IT 5 720 T OB Rk 2
FEYREF2) 7V 77 (rTM) BH % H i

No. 4, 2019

7-1206 AW, 7vFubarE€ry (ATI) ##
ZH¥S -6 12 TG L7zo ABE4 9 H AR
M ANV X2 4 VA (HSV) -1 8B L2 Rl
@ DNA-PCR BEMEHEE S N7z720 ACV o5 %
Wk U7zo ) H O 28 3 ASKE [ DL _E o Balk 25 RR &
N7z7-% ABPC B X O GM oG-k L7z, ik
RO MERIRA S WEEIHEITL, ABE4HIZ Hb 8.3

255



WK - AL - B
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HLH @5k & LT ABERBRAIC X 2 1 o R
#:19 DNA-PCR (cytomegalovirus/Epstein-Barr virus/
human herpesvirus—6,7/parvovirus) (ZFEETH - 72,
Z DB L i, WEwRo > 7oy
A )V A RNA O ¥ 5 PCR & JiifT L7z & 2T ABMHE
0, MHE26 CVB2O RNA Al sz, a7
o F— VA BEFAERMIC HLH 2 4: U % KK
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WRREDFNT A VA LEZ bhrz,
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W2 i L, MRS S 72 ABE129%
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BE 1k e %5705 BlRHCTRIFREERELZMEAL
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m # =

CVB2i&He# 28 L L, HLH BT, DICZ 2L
TR A WO SE B 2 #ER L 720 B el o HLH T,
TSN DB Z 72 S RVIERIDS AT 5 L &
NTHY, FLZ2OHEPTHIRAER TR WIR
WA S BWIC ST 2D %Y,

PrA R HLH oMo L S12owT, B S I
FE B R B E DT, MM O & O %EFI A
/3 EHFAELZEMELTWBY, AN Ry,
fARR, MINFRFECE, W, TR, #EEOE LR &I
FRRMZREIRE B L, 15 NIEGYE R BUILE 2 & O &
FERGIE L B L TV B E 2 AH VL L, YR BHD
BEND—HER>TWEY, RIEBITH HES5IZIF—
I ARS8 CE DFEEAIL B NIzAS, Z D% I E
EHEEREE S, CRPO EA RSN/ &8
BWEESEL—HE o7, 512, FAERIZIZ
LR % GO v Tk, BRI o NK A &
A DL/2~1/3FE LR EREE L TR D OB
BWZ &, BRI MR T ERRIAT b B 0
YrnwZ s, HAERICHLH L2152
Lix X WEEE 2207, HrA M HLH 2 BT %
WZH720, M EIAERIERORED 7 4 )V R FEYRE D
fEHE, 25880 Lok, LDH =1,000IU/L,
AST/ALT He=2~3, KMIMEBHREATOIMIRE L
g HEko fatkzeat, 7 =1~ =10,000 ng/mL,
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HLH ORKERER E 2B ORAL » M E LTHEIFTW
27, BEC T 2 ) F VB AERIT Y A OV R R R
A2 &2k 91,000 ng/mL ML EICE CTLEAT
L2HEDDHVENEET S5, 7=V F »=10,000
ng/mL ¥ T LRI AYE1213F 1721 HLH O] hE
WAL 2B e 8ND (I %, FERIES %)Y,
AAEFITId HLH-2004%4 4 F 54 V2Rt s h b 8 IH
Hoo b, 3HEHE Lz S $ e % 012
T2 &% olzh, 7 F UH323,429 ng/mL & EH
REfliE RS TEY, AST/ALT e 3.52L EfliTh
HZlnt, HLH HORENH 5 LIl L7z, 72
AIEBITIIGER L % A2 7248, IL-6, IL-10, IFN-y
DA N A REHA R R OVNE B HLH
DRIBW R FHPWICHEM & 2WERH 0,
BB H T SR O BRI TR AT 2 1T ) RX&E T
»Hr",

HLH 32 O R 2> 5 EFREE (@BIATE) & R
ST OND FEMEIIEFEREMEREE) 7 kR
Jit (familial hemophagocytic lymphohistiocytosis :
FHL) RBFERIEASIEDS, kM HLH o5 I &
T A NVABGSED T, MRS B REGE, R,
B E23E M5 200542 520164 F TITAFR
oG S A R HLH o5 K 2R3 (FR3),
WANFEHED HLH 132 D13 & A L2 %k HLH T
B, FAERHTH R Y 4 R RGBT O Rk
HLH OFERESED R <, HIMAVRZAT L VAR T
Y7Fuv A VARIZE S HLH ORRENE MG Sh
T3, KIEGTIREENEO D 5 E 5N HLH %
TRIBS 2 KIFE 2RO, MiFEB X ORI W)
5 CVB2® RNA 2 & Shiz7z0, Z&kPko HLH
CHIWF L 7ze HiERBO HLH QK 4 V2 & LT
CVB2H M E NP DOWTIE, A5 R AR4E
B2 BIH OWEThH - 72" T ARG TIHZE 2
SR S FARIREIERDH VO, o £y kg
IE % BEbE 5 R & 7 ) 1572,

WAV HLH O B3I L2 b ORHEE L %
WS, RO IEAREIEIL, O P A VA, b
B, EMEBRMARR 2 SO R BB, @
YA M A A VMFEDEFE, @ FHL L THIR <
a7y —Y O, @ BEEBEEE R b 5 o L
RIED 4RETE SN DYV, — IR B O
BRICMZTyra7) vy, 25704 F, Y70 AR
V>, s, AR &A%, EAEEEZIS U AT
bitd 2 ENL v, FRCH AR o HLH Tl HHA

fEMEERE  Vol. 67



CVB2IZ & 5 HLH Ok i 61

#3  AHD SO LM HLH Hed 1 o J5 K

STHK HSV CMV IyFavA{IVA FHL Z oA AN HeET
Hip 8,7 HSV1 2 2 44l Ta—2 14 16 ~EZu~x b= 16 24 10151
(20054F) RHE 141
515 57 HSV1 34l a4y F—B3 26 24 461 1761
(20064F) HSV2 24 a7% v F—B5

unknown 2 1 ra—2 1%
2y N HSV1 34l 161  az7%vF—B2 16 TRy — 1B 1461 2661

(20074F) HSV2 14
unknown 2l

B 5% HSV1 1%l a 24 v ¥ —Bl
(20164E) Osvz 1%l a2 7% v ¥—B3
Ta—6 14

arz¥%yF—B3 24

161 NravAvA o 340 161 1061

HSV : herpes simplex virus, CMV : cytomegalo virus, FHL : familial hemophagocytic lymphohistiocytosis

VAR EYSELC & B HLH 330 % 2 15 & FHA RO H:
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HEFRIH L COTHRRESLEE 22", K
BITIEANVRAT A NV AEPIEN BT EENS T
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ZLwZtdLnicd, BEICEETLI LS,
WG IRBITEREL, WAARSLIEAAR R ERHE
& U B WA IR BIRE R & & 6 7o M85 e MR 4T
J e, HINCHLH 25832220135 L
Bbhs,

N # B

CVB2IEYeiiE 7z HLH Atk 2 B L, R 7%k
BRI L0 BRliE 2 SR L 7234 8 0 10 % kBR L 72
FAERMO HLH 3 — IS P EREAROREEETH 5
720, BEEREZLLAADZE, 7o) F /ER
AST/ALT K% %#12, HLH % &BIBEICT, W
WMERSBRREPERETH 5,
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