AR 285 2018 45 1 4539455 13 Chin J Hematol, January 2018, Vol. 39, No. 1 -63-

MZE

— Bl EFHLEE =)

FE F&F F# IEd ATwW
Rk Fm Fik RE WHEFE SHEW HIE

Low-dose rituximab in IgA-mediated autoimmune hemolytic
anemia: a case report and literatures review Li Yuan,
Li Jianping, Li Yang, Wang Jinyu, Zhou Xueli, Mi Yingchang,
Zhou Kang, Peng Guangxin, Ye Lei, Fan Huihui, Song Lin,
Li Peng, Li Qiang, Zhao Xin, Yang Yang, Gao Qingyan,
Yang Wenrui, Jing Liping, Zhang Fengkui, Zhang Li

Corresponding author: Zhang Li, Therapeutic Center of
Anemia, Institute of Hematology & Blood Diseases Hospital,
CAMS & PUMC, Tianjin 300020, China.

Zhangli@ihcams.ac.cn

Email:

B e P PR 1 (ATHA ) & —Fh iy B ik E 41 )
ReJUHE, F= AT A B LT ANPTAAR , S A i il o B ) A A
P, AR BN (1~3)/10°", IR ATHA (WATHA)
7 50% ~ 70%", FBH [gG B mk C3 A, i BR 40 IgA 78! ATHA
UL B E AT AR S (DAT) FIME . EEE 2 WA
1BIT . ATEHIBGA T | HI 20 IgA B ATHA B35 IR E
W FEA TR A .

fs il 3 B

B L 122 10T, B CEE REIE 1A 4,
PRI F 201548 A 31 HE WA, 2jHbEE Bifs i &
FL:HGB 57 g/L, LT A LU AE (Ret) 24.7% , ZHZT 20 iU 42
X8 (ARC)0.33%x10%/L, I A4k : S IHZT 2 (TBIL) 163.2
pmol/L , B HH2T % (DBIL) 5.7 umol/L, [A] 4% fH 21 % (IBIL )
157.5 umol/L, A TC % . DAT BRI 13RI L 21 40 i35
Watk g o T w o WEEPUR BUE bR PN, I8 A
B REMER LE L7 o T DA I 8 e K ik Rk 25
T TARIT T SOANEE B ATRBE . ABEA AR FLMSR , Bk
RO Rk a5 AN R o IS T oK 2, B %
T3 em, Ifil % KL . WBC 28.59x 10°/L, HGB 41 g/L, PLT
195x10°/L, Ret 21.45% , ARC 0.247x10"/L, Ifi. 4= 4k : TBIL
163.2 pmol/L, DBIL 5.7 pmol/L, IBIL 157.5 pmol/L, LDH
1511 UL, IMUE4EEERE M (HP) <0.125 g/L(IEH B %30
Fl:0.5~2.0 g/L), WiF & ML 2T 4 11 (F-HB)230.5 mg/L (1IE# £

DOI:10.3760/cma.j.issn.0253-2727.2018.01.015

VBT :300020  H ] % 2 A g b o BRI IS 2 o 1 Y 2
WFFEII LB 12 Bt

HBAE1E#  7K4] , Email : zhangli@ihcams.ac.cn

wEg AR

kil
L
5
%

PLRTT IgA BURIIF R B & & A M1 73 m

By ot REE
FWFE KRE KA

VW 0 ~ 40 mg/L) , DAT (i 1% ) (-) , DAT [ IS
R EE(GAM) ] (+) ,1gA 1243 ,1gG . IgM .C3¢.C3d ¥ 043, He
s iR A B . B RS - A B R BR R o 0.465,
21 % 5 0.450, & 7 WEAZANAL 63 4. AME MLLE B Al WL/ NeR
TELTHNM . B R 2R B R AR KBUEH (47 80%) , BT
gD 245 B BRI T WL, LA &l K DT B B4 it ok
LIRS B M T UL, DA e gh 2L AM S 3 B AN D
DRPR T 2 e 2, (MF-0 9% ) o B BB Ak - e 40 it sl 1 il
i B g 74% , BAPEFE R 96 , A B L0BE IR FH PR g 0, B
R ARSI () BB A 2T AN B R 92% . S REdd
fL.CD41: 4 7 UL 138 NEAZ A, 30 IEH EAZ A . B
B BE 43 T B OM B 4 M Y 8.98% , CD3 ™ T bk B 41 Jfd o
63.44%,CD3"CD4'/CD3'CD8'#J 0.96,CD3 CD16'/CD56" NK
415 26.08%,CD19”° B 41 fifd 5 10.48%, /A =1.76, TCR-VB
KWL T e AL . AN CD3'CDS7" T K kL itk I 2
i o7 9k L 40 3.6% , CD3"CD56 4 i (4 bk LU 41 16.9% ., 4
LRI 46, XY [10] . TSR ZA (=), IgH (=), HiiE
BRAE 1 E 2 : 1gG 8.31 g/L . IgA 1.75 g/L. IgM 0.98 g/L.C3
1.04 g/L .C4 0.26 g/L. C W 4 |1 2.53 mg/L, ZE KR H 1
20 U/ml, FLEEER A LZE O 28.6 U/ml, #54k4E 1 2.31 g/L,
Al VPG B 1R (132 1K 2.92 mg/L, ADAMTI3 %& A ok L%
AR W B B RN (IgA ) . T LAVERRZL40
HdivE (B3 5.5U0), F20154F9 H 9 H FHIZH sAiayT
100 mg &3 J& 1 kx4 J& . H3& HGB 1 41 g/L 7+ £ 134 g/L,
ARC 1 0.219x10%/L & % 0.151x10%/L, Jii HGB K 4 F5 1F
W 201642 1 23 H BRI I & , TR IR AR 2 8 B hiE
J7 4 J5 , HGB 1 80 g/L 7} % 148 g/L, ARC H1 0.601x10/L [
%0.057x10%/L, 5 HGB4iFF T 140 ~ 160 g/L (141 1), GAM
T IgA R ARE 2 2 20 (B 2) . 2017 4F 2 20 H i A&
FHWRERE, T 2017453 A 7 B 2% ARG, AR5
BE HGB T EIE W I E4

W

JUE TgA IR ] DL T2 21%09 wATHA > {H3# 5 1gA
FAEEOEPE . A i 1gA /31 wAIHA D HiGE , A 1971
AEZE 2013 4F, TARIA Y IgA B wAIHA B 20 415, IgA
A wATHA B % A2 B PAG TR 0.1% ~ 2.7%, L B 1 /0
U Vaglio Z5 2B 19 100 61 L 25 ATHA b, A 14911 TgA
il wAIHA .



64+ AR A2 2018 4F 1 A5 3954 1 Chin J Hematol, January 2018, Vol. 39, No. 1

BRI Ry IgA A G 1 1) K 2 3 B T LAV R MA A S
FIANERAE H (CDCC) ™, th 1] L) F 345 4 7F B g 40
ST AR S S 1gG R IR] . T LAk
Chadebech %5752 TgA HU¥ 11 14 & AR ML 22 BT 1gA
PO EE TR AL AN , A6 NGUNE e 25 BRI W R e A 3 15 3
ARIFAMAEE R FooRT, A5 5 35 DAT Fil{W IgA FH
C3 Bk, AME I C3 K IEH , HIRIT A SGL R H , GAM K
WAL K IR IgA K48 Ak, FMAZK - TE AR , £ A e A0 75 1t
Bl

IgA 7 wATHA 5 % L1 1gG B wAIHA 2 {81, %5 1l . 2
JEL PRSI LA, 2121 20 A Ak 1 s, LDH 36 i
HAFE H 1A B wATHA (UL T- 58 4 ™ 5 . Kemppinen 56" IA
g TgA o iR 55 B 23 M 735 ¥ B I i LDH A 4 3 & E
FHS . Segel M Lichtman' i £ Ho 7R TgA R H 81
Sy BB T A UL, Wager 25 S HRIE 1Y 5 51 IgA B g v
A0 Al A, o R R K AR O WLAE BE it
FE SNSRI ZE, AEIE 25 ~ 63 % HLHIATE . AFIHER
IR N AN, LDH i, 5 b Sk — 2, (R R R B
MARIEEAE , AT e 5 A AR IR B A G

DAT 78 ATHA 2 Wi fp 0 R E 22, BHMESS SR e ATHA B4
e, H B PR 2H ., HEBSBE LR,
Garratty 55 WF5% /s DAT B 99 1505 T A ATHA (347
B 7.8% , 5 wATHA (244 61 14 11% , fiti 7+ DAT B4 ATHA
BT ATHA 19 3% ~ 1%, VTR M AR, X — e &
JE 1 5 DAT B9 88 Jr i A O& o G SR A 21 41 i 26 T A P A4
9 AR T B, B TgA 5 IgM A S 1, T84 b Y
DAT GRETE ) 23 BB B 45 L , S A B0 04 5 A T )
LB, GAM ZHAR MRS , v] LUK 45 A 45 (1gG
IgA . IgM . C3c¢.C3d) , BURMER T4 7% . Novaretti 543
BrT 9 862 fiil ATHA [ , 45 CAM FH #4804 1k
(100%X%} 50.7%,P<0.01) . FRFEJH T 0045 b GAM Flixk
AR 128 ] AIHA B35, 5 — 2045 18 (88.4% X
37.7%,P<0.01) . GAM B F| T4 LRI DA . B8
B S DAT [, F B A8 I8 o 11, 75 2% 18 IgA 5l IgM 1Y)
FTRE, ey GAM A5 1 BHEZS S, AL T2, i HL &t
WiE T IgA TR,

B R TR B AR JE wATHA R8T 1 3% , (H X 1gA B
ATHA WI7 R4 NI o G2 fifk 110 O £ 7 A AR T A5
HOWE R TR R IR ATHA B9 201697 E 8
LT BRARFNA Z 2T BEAE A wATHA IR A S5 7] B
70% A HOR , Hod 20% 0] 38 TE AL, (EE 3 AR R R 2 H it
N FH T XER/E &M ATHA BUS T A8 BIROR B 3R GE
70% ~ 80% ., LA PEL; MK 35 FHARIE T S
TR Ry 2L kAR S /N R 2 BRI T
WIVATE ATHA B3 S8 A 3R M3k 5 82.6% ~ 100.0% %, {H
R BB T 1gA B ATHA BYGORHS B, 120015 5B
SMBEIGTT R, TR BN ] TR R . MR R aIT R,
BB IR IR 2 58 AT SR N o AR 2 B BT I B D R

(XA A 25 SCHik [ 26 1 2050, T REAE A 245 S b F R 1
6 LA G o 2 B R A2 BB T 1A R Tl
R IR G B T AR AR, 1 YT ARSI 1] 5 25
FEK . B, X ANAYT RS AT 2 5 Dierickx 55 —E, K
KR T IRVIRAR BRI Hok , R R )G, ARONIE K,
GAM H TgA B 7KF-1E—25 T B, AN (14 B Ik 4 40 A e o T
A IH T IR, 5 22 LA I A OG /NG R 22 BT
JPRLE AR T AR E, R ROR R B Y, (0 7 sk 4t
R AR SR SR R R B R L R 2
BAPUH E 5A A AR C TR AR o ) i S/ N
AT RAR R T A A B R R ST
ZIRYT IgA B ATHA T RESZAA T 1710, B 7 R 2 (E15
B, 48R XA T B 2 TgA T E R IERIE

B, TgA R ATHA AR WL, 7 AR o 330 125 3 N Re
38 5 DAT B A SRAF LS LR 7% 160, 75 5% RE 5] TgA 7Y
ATHA [ FTRE . T4 GAM 25 5 Ry U8k ) 7 1A T I 2
Wi, TgA T ATHA J3 i S R, Bl B2 3TN A, B 1)
SR R 22 B S8 T RE RN A I 1 e

2007 B ‘
A FZE 247100 mg £ 1R x 47

—
wn
(=

HGB (g/L)
g

W
S

100 200 300
BV (d)
Bl IgA BUEPTIARR 7 B G M v 27 M8 A28 iRy
Jii HGB sh#575 1k

$ FIZE B4 100 mg 435 1k x 48

100 200 300
BV (dD
B2 TgA RUEGTIRTY [ B G M il A i A2 ) 2 By
J5 BAHDT B R (R B R 302 P IgA ST iRRL 2l
B

& % X ok

[1] Gehrs BC, Friedberg RC. Autoimmune hemolytic anemia [J].
Am J Hematol, 2002, 69(4):258-271.

[2]  Packman CH. Hemolytic anemia due to warm autoantibodies
[J]. Blood Rev, 2008, 22 (1):17- 31. DOL 10.1016/.
blre.2007.08.001.

[3] Wager O, Haltia K, Risinen JA, et al. Five cases of positive
antiglobulin test involving IgA warm type autoantibody[J]. Ann



FAE M A2 20184E 1 HE539 %% 1] Chin J Hematol, January 2018,

(4]

(5]

(6]

Vol. 39, No. 1 +65-

Clin Res, 1971, 3(2):76-85.

Ghosh ML, Harris- Jones JN. Coombs- negative autoimmune
hemolytic anemia and immunoglobulin deficiency [J]. Am J
Clin Pathol, 1974, 62(1):40-46.

Sturgeon P, Smith LE, Chun HM, et al. Autoimmune hemolytic
anemia associated exclusively with IgA of Rh specificity [J].
Transfusion, 1979, 19(3):324-328.

Suzuki S, Amano T, Mitsunaga M, et al. autoimmune hemolytic
anemia associated with IgA autoantibody [J]. Clin Immunol
Immunopathol, 1981, 21(2):247-256.

Reusser P, Osterwalder B, Burri H, et al. Autoimmune hemolytic
anemia associated with IgA--diagnostic and therapeutic aspects
in a case with long-term follow-up[J]. Acta Haematol, 1987, 77
(1):53-56.

Wolf CF, Wolf DJ, Peterson P, et al. Autoimmune hemolytic
anemia with predominance of IgA autoantibody [J].
Transfusion, 1982, 22(3):238-240.

Clark DA, Dessypris EN, Jenkins DE, et al. Acquired immune
hemolytic anemia associated with IgA erythrocyte coating:
investigation of hemolytic mechanisms[J]. Blood, 1984, 64(5):
1000-1005.

Kowal- Vern A, Jacobson P, Okuno T, et al. Negative direct
antiglobulin test in autoimmune hemolytic anemia [J]. Am J
Pediatr Hematol Oncol, 1986, 8(4):349-351.

Girelli G, Perrone MP, Adorno G, et al. A second example of
hemolysis due to IgA autoantibody with anti-e specificity [J].
Haematologica, 1990, 75(2):182-183.

Sokol RJ, Booker DJ, Stamps R, et al. Autoimmune hemolytic
anemia due to IgA class autoantibodies[J ]. Immunohematology,
1996, 12(1):14-19.

Bardill B, Mengis C, Tschopp M, et al. Severe IgA- mediated
auto-immune haemolytic anaemia in a 48-yr-old woman|J |. Eur
J Haematol, 2003, 70(1):60-63.

Bajpayee A, Dubey A, Verma A, et al. A report of a rare case of
autoimmune haemolytic anaemia in a patient with Hodgkin's
disease in whom routine serology was negative [J]. Blood
Transfus, 2014, 12 Suppl 1:s299-301. DOI: 10.2450/2013.0292-
12.

[15] McGann PT, McDade J, Mortier NA, et al. IgA-mediated autoim-

mune hemolytic anemia in an infant[J]. Pediatr Blood Cancer,
2011, 56(5):837-839. DOIL: 10.1002/pbc.22932.

Vaglio S, Arista MC, Perrone MP, et al. Autoimmune hemolytic
anemia in childhood: serologic features in 100 cases [J].
Transfusion, 2007, 47 (1):50- 54. DOIL: 10.1111/j.1537- 2995.
2007.01062.x.

Chadebech P, Michel M, Janvier D, et al. IgA-mediated human
autoimmune hemolytic anemia as a result of hemagglutination
in the spleen, but independent of complement activation and
FcoRI [J]. Blood, 2010, 116 (20):4141- 4147. DOI:10.1182/
blood-2010-03-276162.

Kemppinen E, Vuopio P, Sandstrém R, et al. Significance of

[19

[l

[20

[

[21]

[22

[

[23

[

[24

[

[25

[

[26]

[27]

[28

[l

[29

[

[30]

monospecific antisera in the diagnosis and prognosis of autoim-
mune haemolytic anaemias[J]. Ann Clin Res, 1981, 13(2):85-
90.
Segel GB, Lichtman MA. Direct antiglobulin ("Coombs") test-
negative autoimmune hemolytic anemia: a review [J]. Blood
Cells Mol Dis, 2014, 52 (4):152- 160. DOI: 10.1016/j.bemd.
2013.12.003.
Garratty G. The James Blundell Award Lecture 2007: do we
really understand immune red cell destruction? [J]. Transfus
Med, 2008, 18 (6):321-334. DOL: 10.1111/j.1365- 3148.2008.
00891.x.
Novaretti MC, Jens E, Pagliarini T, et al. Comparison of conven-
tional tube test technique and gel microcolumn assay for direct
antiglobulin test: a large study[ J . J Clin Lab Anal, 2004, 18(5):
255-258. DOI: 10.1002/jcla.20033.
SRS, Tal 47, 2R, 45 O BERE R 3k Coombs IR 7E H &
GoPE PV NAES MAZ W R T LT ], s AR I A 2=, 2012,
33(1): 31-33. DOL: 10.3760/cma.j.issn.0253-2727.2012.01.007.
Lechner K, Jager U. How I treat autoimmune hemolytic anemias
in adults [J]. Blood, 2010, 116 (11):1831-1838. DOI: 10.1182/
blood-2010-03-259325.
Barcellini W. Immune Hemolysis: Diagnosis and Treatment
Recommendations [ J]. Semin Hematol, 2015, 52 (4):304-312.
DOI: 10.1053/j.seminhematol.2015.05.001.
Penalver FJ, Alvarez-Larran A, Diez-Martin JL, et al. Rituximab
is an effective and safe therapeutic alternative in adults with
refractory and severe autoimmune hemolytic anemia [J]. Ann
Hematol, 2010, 89 (11):1073-1080. DOI: 10.1007/s00277-010-
0997-y.
Barcellini W, Zaja F, Zaninoni A, et al. Low-dose rituximab in
adult patients with idiopathic autoimmune hemolytic anemia:
clinical efficacy and biologic studies[J]. Blood, 2012, 119(16):
3691-3697. DOI: 10.1182/blood-2011-06-363556.
Barcellini W, Zaja F, Zaninoni A, et al. Sustained response to
low-dose rituximab in idiopathic autoimmune hemolytic anemia
[T]. Eur T Haematol, 2013, 91 (6):546- 551. DOI: 10.1111/
¢jh.12199.
KNSR, INAS. AN 23 BABTIRY T AR H B e
BUMLAYIE RDTTE (1], AR M- A4 35, 2014, 35(3): 236-238.
DOI: 10.3760/cma.j.issn.0253-2727.2014.03.012.
Michel M, Terriou L, Roudot- Thoraval F, et al. A randomized
and double-blind controlled trial evaluating the safety and effica-
cy of rituximab for warm auto- immune hemolytic anemia in
adults (the RAIHA study) [J]. Am J Hematol, 2017, 92(1):23-
27. DOLI: 10.1002/ajh.24570.
Dierickx D, Kentos A, Delannoy A. The role of rituximab in
adults with warm antibody autoimmune hemolytic anemia [J].
Blood, 2015, 125(21):3223-3229. DOIL: 10.1182/blood-2015-01-
588392.

(i H 191:2017-06-25)

(AR X 38)





