H IS

9 (3), 2020 211

@i #i

A A o
A R

bR TiEHR & AT LR ZE & A B 2 i Ok vy A0V ViR 3BT oS

VNG R
AR FRlab

AP
RIAR Fka

RE  WMREEZFETHZHOMX v v AT RICHL b2 XY T (tocilizumab) %BA L 7- 361 % #25%
U7, Bt26), ZHE16IT, ¥IZRTHERIEM4m. 3BIED Y D /NEHEKRTZEL, BWECT TIXMm A
FICHRBERZEROL. Z2WE 2603FBHEE, 163 X704 N2 L 20, FiRE &FREFERX
DEBD=&, 2FITR YT THEAS K. BRE, EREIEPHISHEL P, BHEBRZIE—EB%
FLI WREEFET2SFOMT v v ANTRTE, PUVITTORPBANLEELVEEZS.

X—TJ—F: ShiMx vy AT UK BRE,

rUX<T

Multicentric Castleman disease, Pulmonary involvement, Tocilizumab

*

SZES ¥ v A< V9% (multicentric Castleman
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PEAERE © HFRlHIE 2 L.

HEIGIE  BMERE T L.

HIWEE © 20XX - 64F4 H, SHH@i T o 5
RIS, MR E o7, MM, BERI
(Hb 11.3g/dL) & &S L5 (CRP 6.03mg/dL) % 7%
Wiz, BIMOMEHRAETE, £7u— v Egyru7sy v
e (IgG 6,299mg/dL, IgA 1,177mg/dL, IgM 24mg/
dL) @7z, CTZATv, REZIME R BRI
07 A5 (Fig. 1A) L MR v HilEiR % 207z
N LoORELHAEINT, SRR TREBIRE 2o
7z, 20XX—-34F4 F, WROZEALE RO, BEOBNE
HET A X)o7z EHME TIESG TOMEREY ~
NETEMR AT - 72, R ORiRERA & BRI 7 A
SRR, IEW TH o7z WEHEE X, MCD (plasma cell
type) Tho7z. R[ELFMAIL, FEEZEONLI -
72. 7L K=y (prednisolone : PSL) 30mg/H #*
SIEHEMIG L7225, T80T ABEIIEREL, Bzl
BRI A RO, BELY M) A THRBEOMED
HLUMAH - 72720, 20XXE10H, o) A T7T0H
G HWTABEE 2o 72,

ABEREHUE © Performance status (PS) 0, IfilE 126/60
mmHg, MRII68M/ % - 4, i 365C, Sp0:298% (=
NED, RE218/5, IRISRSIEA I 2 L, HRBRAE A
B L, MENBEZRL, REY V8HflmEs, EF
N Rane s, DU IFNE - B2 L.

ABERE o LA - Hb 104g/dL, CRP 11.23mg/dL,
I1gG 6,826 mg/dL, IgA 971mg/dL, IgM 971 mg/dL, IgE
55511U/mL, IgG4 680mg/dL, sIR-2R 852U/mL, IL-6
14.3pg/mL.
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First visit
April, 20XX-6

Fig. 1

Before tocﬂizdma-b
October, 20XX

After tocilizumab
April, 20XX+1

Chest CT scans obtained from case 1. (A) CT at the first visit showed ground-glass opacities mainly

along the bronchovascular bundle. (B) CT before tocilizumab showed thin-walled cysts (arrowheads) at
the right middle lobe. In addition, mediastinal lymph node swelling was detected (arrow). Insets show
magnified views of right middle lobe. Double arrowhead in inset shows ground-glass opacities along the
bronchus. (C) Although the ground-glass opacities along the bronchovascular bundle disappeared after
administration of tocilizumab, no change of thin-walled cysts (arrowheads) was observed.

ABEREOKIE CTH R (Fig. 1B) : Wh3E, Wil Tz
NSRS MAE R LE O ) 75 AKE (Fig 1BA
TIRAR  CHEKH), WEEEROBEE LR (K
YH). F 7o, MR O sEioOMERE RO (D).

JERREE © ABET, M) X< 7 8mg/kg% BIE L 7.
PSL 5mg/H #PfH. $FICK & REIEH S 2720,
HTBEE L7 BEUZ AR T2HBIED MY
AR TOHREG BB L. b2 A TRBL Ak
W1, BEBKIZIE S, PSLHREEDSTTRECTH - 72, 20XX +
14E4 FICEHilio CT %35 L7z (Fig. 1C) %, #iREZE
FRAE L 72A% (RHH), 045 ABEIIEaeITHELL
(Fig. ICAETHAK). FFMoMtdcld, Aiidz
¢, CRP023mg/dL, IgG 2376mg/dL T& - 7-.

(it 2]

BH 48R, Bk

FFR SR

BEAEIE © JEic sz L.

AETEE ¢ B 20 AR/ H < 28 4R ).

BURIE © 20YY —44E2 H, St Tl 5w
SN, W RS, MMA T, &I (Hb 79g/
dL) &4EUn EA (CRP792mg/dL) #J&fsh, K
HEORD, UEHEANS Eh oz MERET, %72
u— PRy ue 7)) YiE (IgG 6840mg/dL) & i
IL-6 ® L5 (306pg/mL) Zilwr7z. BHEEEIZIER (Cr
0.74mg/dL, eGFR 91mL/%+/1.73m?). CT T, #ithase

T, &) YoSHIBERR, FFME, BERZRRO7. &
LI, Mi¥rsthTid, EFicBwT, KMUELL D/
WM PREENLE (Fig. 2A, RED) &30 47 ARE 207,
SHER ) v XHEiIEMAMTHIL, MCD (plasma cell type) &
DHEWIZE o7z, FBRE M ERTIE, Mk ~
INERETEMNL DB & LR, MCD ORI &%
Aoz, Mtk T, MRS Z R0, 65H
AATRECIE, AATHRE450m, SpO021391% F TIKT L
7o, IR REREEZ RO L 500, BIEIRTH - 727290,
BEBlgEsHLEINz 20YYE2ANED L) &E5BE
EEHEL, w4 ICHE BERoEhzZiED, 21
TH, BEURE. YBEAFEWmEE R, BEAKE
oz,

ABEREIEE © PS 3, IE171/83 mmHg, Nk4A110 [ml/
g - HE, KR 387C, Sp0:93% (ENA), MW #30 [/
Gy, IRBERE IR E S b, IRERRS I HE 72 L, IPERRIE
L, RN, DR 2 L

ABEHEo Mg s « Hb 48g/dL, Cr 646mg/dL, eGFR
8.3mL/%/1.73m? CRP 1647mg/dL, 1gG 6,826 mg/dL,
IgA 971 mg/dL, IgM 971mg/dL, IgE 7,8511U/mL,
IgG4 908 mg/dL, sIR-2R 2,247U/mL.

ABEHE O BIR ML A A 547 (nasal 3L/45) : pH 7.385,
PaCO2 21.0Torr, PaO: 99.3Torr, lactate 0.4mmol/L,
HCOs™ 123mmol/L, BE —11.8 mmol/L, A-aDO: 1054 Torr.

AR CTHT R, (Fig. 2B) © &% T, #Wwi D
7T AREEAIAFIBLL, INEMREEDOEIZZ T
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First visit
February, 20YY-4

Before tocilizumab
February, 20YY

After tocilizumab
August, 20YY

Fig. 2 Chest CT scans obtained from case 2. (A) CT at the first visit showed thickening of the interlobular
septa at peripheral area of right middle lobe (arrow). (B) CT before tocilizumab showed dense and widely
spreading ground-glass opacities at right lower lungs, and fine ground-glass opacities in addition to in-
terlobular septa at right middle lobe. Right hilar lymph nodes were swollen. (C) After administration of
tocilizumab, these ground-glass opacities at right lung almost disappeared on CT, and right hilar lymph

nodes were reduced in size.

$ WM HTAEHHBEL 72,

YONHI DR % B 7.

BEPRAEM © &AFEDOMAT, SpO213 80% HHi T F T T L
C. ERREERE, Ry IMEEEENT, Wi, 2L
T, TEBREIEORCE RS HALE L HB L, SPin#EE
AN#E L% -7, PSL 60mg/H%ZHHT, b)) AXA=T
8mg/kg B L7z, 5290 H 2 & B bIZ s i iz
fnlU7-. SHETICUBZE. E6HWwHTHEITILTE
7. FRGR M IS EAT 1, HEDE, MERENTICAH
%D, SHTWIIZENHER L 2o7z. ABE»S17H
THERTOBRBEE o7z, BIEHEKT, PSL5mg/H
PO 2, 2B TED b)) XA T 05 2/ LT
Wh. 20YYESHDCT T, 3045 AIFITITHE
L, BEMRY v o)t b il Lz (Fig 2C). RO
WikRAE, Hb 105g/dL, CRP 441 mg/dL, 1gG 4,344mg/
dLTH - 7.

S50, ek - B

e 3]

BE 525, KL

FFF

BEAERE © HERiH I L.

PETGIRE © AR 72 L

BURIE 1 202Z - 84EW N S, FHM 7% Mk ZE B 7.
¥ UL, rm@&%#&wtw WEZS. mHR
B CoREIERICIN 2, MMk, &I (Hb 81g/
dL), #8ERIG LS (CRP851mg/dL), %2 u— s PhE
yZ a7y i (IgG 3310mg/dL, IgA 375mg/dL,

IgM 183mg/dL) #ZiRf S N/As, HEICL Y, Fdsl
Blpole. 20Z2-64E6H, MEETME I, YFH
@i, CTTIE, #Eh - MifH (Fig 3A) 284k
DY YR Z RO S5, NERBEROT YA
ABEE T hTPICRDDLDATH - 72 (FKHH).
MCDEELVC AREY ¥ SHiEMRZ AT S 2hs, W
TSRS b o fo. BAESMAMTIZ, MilaMikc
) URERIZIE A SR SN, B ETES
Lotz @JHJRJIIl{ﬁfJX SHTIIER TH - 7205, Hlitkhe
BTk, IRAMHEREE - ILEEEIK T 258072, 645
1TBRTD, iﬁ‘ﬂﬁﬁﬁﬁl(mm Sp0:1£93% ¥ T T L 7-.
TEEBWIIIR S R o 72h, WIFRREREEN D - 7272
O, R TPSLILMURENTTOINz. L LAY S, &
FOWERL, TOTTABREOMEL RO, 2027 -
24E10H, b AT TOHRERZERID LNz, HE
ENT. 2ok, FEROBUNEZELAICHETS L)
W27 o7z 20ZZ4E10 A, DLaiAme U745 B > 23
Kk % O HIETALT L, MCD (plasma cell type) O
WCEo7, BWoORE L BMOETERO 5720, 2022
F12H, V) AR TORGHITHURIARE L %2572,
ABEREHE - PS 2, i 91/57mmHg, WRk+A 103 M/
g+ B R 37.2TC, Sp0298% (FENA), M H 12 M/
gy, MRIGASHEE M ), IRERAEIESOE 22 L, RN E
L, RAE) oNEIf, WEE M, B ER
g - EZE%L.
ABEEE o MRS © Hb 56g/dL, CRP 15.77mg/dL,
I1gG 7,115mg/dL, IgA 404mg/dL, I1gM 315mg/dL, IgE
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First visit
June, 20Z7Z-6

Before tocilizumab
October, 20727

After tocilizumab
June, 20ZZ+1

Fig. 3 Chest CT scans obtained from case 3. (A) CT at the first visit showed small patchy ground-glass
opacities at left lung (arrowheads). (B) CT before tocilizumab showed left hilar lymph nodes adenopathy,
ground-glass opacities mainly along the bronchovascular bundle, and traction bronchiectasis in the lingua
of the left lung (arrow). (C) Eight months after administration of tocilizumab, these ground-glass opacities
at left lung and traction bronchiectasis remained on CT.

36331U/mL, IgG4339mg/dL, sIR-2R 2475U/mL.

ABEE DR CT i (Fig. 3B) : &MiBFic, Kok
MR, JAELMEREGEEROT YT AR, B
KO, FIMGE IR (RE) SHEBLTwAE &5
21X, HERE - IFY v ok & 3D 7.

FEARREE - ABERE, MRCEYINA 7 — VT L — K3
Tho7:. PSLARGEM T YY) X~ 7 8mg/kg % Bk
L7z, BERNARICR L, TAMTEBE L. LRk
T2HBTED N YA TEMRE L. PP ART
BtE 1 o H R ERE YIS, 6 7 HIRISEMAT 2 L
7z. BAMG1 > A THDIED 80g/dLF Tt L7z, 20ZZ +
T4E6HDOCT T, —HEFEL TV, TO7T7AE
R S LRI FERAE L7 (Fig. 3C). ME o
IR IE, Hb 95g/dL, CRP 1.63mg/dL, IgG 1.800mg/
dLCTH - 7.

zZ ¥

DAENZBTF S MCD O W H B3 1,500 AFREE, 4EH
DOFIEMHBEIT 1005 ADH7-0 1 AREEHEE S I, AP
BUATED T SN DY, MCDBIOR AR RE CHiWZE %
AL EREDRH o200, BEBEREONNY -V, F
OMITAE =K, ZLT, M YA THOREEED
BALIZOWT, ZHPITOF L T o M IID NI,
19984F12, MiZE %= A3 % MCD 12610 CT W{R DR
T, MM - HWERE Y S OoREIERIT R, ANEELL 5
VUNRSER, VB S RIRE, ANRE RN, RESE
faz @sICBD - LM SN TwaY, @i, $077
Akewg, B, MEE T O/NMEEHOSEIZ % - 72

L shTwaY. —F, 2ok, bIEERLOV
CODDIEFIED S, Y 4T AEEREBEEAHEUL
&N, MCDIZEPET BRI, SR RBE Y —
FETDHIEIRBRENLDTT, RKHETH, HEEIX
BEELETHo72D, SHRERNY — V2D LN,
[F ¥ v ANT VIHBWOBRFA F] O MCD DESE

FEHIZ BT, HESED EORERITIX, PSLOBEHEIC
WWT, MU RXTTOHANRE S NLY. FOEE

BT, BiIWEOTEIX “ZERICOBEWAZ T
T57 2k, WEEIR HE OB IIE T AT A
bNB" ZEREPEHRINTVEY., ZOSETIE, JE
B LEEE, FEBI2 X EAE, FEBIS 1P SEICHYS T 5.
PSL {3 MCD (2 9 i Dk o 55 A1 %0 ik 2 it 555 0> 4B i L 2 ki )
ENBD, PEEEE LChERD EOPSLALETH
D, WHETICHERT A AR LIZLIZRET S, 4E,
JEBIL LIEFI3 1L, b ) A~ 785 BIGHTNC PSL 23
HanTwizgs, BEBERLIFREHEROEHEITZ L
Motz MifZE 205 MCD#ITld, PSL @ iG#a5IZ
PRVBRENTHLEEZONSL. VYA TIE, H
JETH o 72 REF 2 DERRRE A 6 b, HRR D L b
DUHEDHIFTE 5.

RIPETIE, FE0 554 DEH %2R MCD O
WHEIRDOEAL R E B2 B ENTE. HEMCDH O
MiRZE, FHACTHEREZEOVE ALDILA) 238D,
k) A= TE AL D BB L2, MCDIC
H O B MR ZE OFFFUGIC OV TIE, S5 - MishiR)E
PH R /N BE R R RE 72 & 0 VR % PO S IR DI B AL o0 1) >
NERIZE & Z D% TO2WRY) ¥ BRI b
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ThorrLEZONE JEBISTIE, by XX TOHEHE
IAIED, 5 IERE SILRAIFRAE L, L #H 2B o
AT R AR H 7z,
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2R 6L TH o 72277, NilikEEZ 7226, AWk
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DIEBNE, MO EDBD L7720, ) X TiE
WAATbIL:, 40, A7uaAf FEITH - 7208
N ) X TOEBD BRI BRITCH o7, —T7, HERIL
DL LHBERIER A A LT LERIE, YU X
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5 b X T 0N A, A7 aA PG TS
FERPMEED T » O — VA5 TELVE X|THE
FTREV TH B, KO EIEI R 202D %
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RPN EEEZD.
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Abstract

Three cases of multicentric Castleman disease with
pulmonary involvement treated with tocilizumab

Shinobu Tamura?®®, Hideki KosakoP, Yoshikazu Hori®,
Masaya Morimoto?, Toshiki Mushino®® and Takashi Sonoki?
4Department of Hematology/Oncology, Wakayama Medical University

bDepartment of Hematology, Kinan Hospital

We experienced three cases of multicentric Castleman disease (MCD) with pulmonary involvement treated
with tocilizumab. These cases consisted of two males and one female, and average age at the first visit was 44
years. Lymph node biopsy led to all cases being diagnosed as MCD, plasma cell type. Chest computed tomogra-
phy (CT) revealed multiple bilateral interstitial shadows. On diagnosis, we selected watchful waiting in two cases
and prednisolone therapy in one case. However, due to worsening pulmonary shadows and respiratory symp-
toms, all cases were started on tocilizumab therapy. After this therapy, although the respiratory symptoms soon
disappeared, partial interstitial shadows remained. Our cases suggest early intervention of tocilizumab therapy
for MCD with pulmonary involvement.



