CASE REPORT

Korean J Obstet Gynecol 2012;55(9):669-672
http://dx.doi.org/10.5468/KJ0G.2012.55.9.669
pISSN 2233-5188 - eISSN 2233-5196

KOREAN JOURNAL OF

OBSTETRICS &
GYNECOLOGY

A CASE OF ARTHROGRYPOSIS MULTIPLEX CONGENITA
ASSOCIATED WITH MATERNAL SEPTATE UTERUS

Hae Kyung Kim, MD', Hoon Kyu Oh, MD?, Seong Yeon Hong, MD'

Departments of 'Obstetrics and Gynecology, “Pathology, Catholic University of Daegu School of Medicine, Daegu, Korea

Arthrogryposis multiplex congenita (AMC) is a congenital disorder showing multiple joint contractures. Although there are
characteristic features in morphology, it is difficult to diagnose prenatally by ultrasonography. The causes of AMC include
abnormalities of central nervous system, myopathies, connective tissue disorders, and intrauterine environmental factors such as
oligohydramnios or uterine anomalies. We describe a case of prenatally diagnosed and postnatally evaluated AMC associated with

maternal septate uterus.
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Fig. 1. Coronal scan of gravid uterus shows that a thick septum is ex-
tended to lower uterine cavity. The head and upper portion of the fetus is
located in the right uterine cavity and lower portion in the left cavity (ar-
row, septum).

Fig. 2. 3-D scan image of multiple joint contractures (S, setum; arrow,
wrist deformity and club foot).
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Fig. 3. Gross appearances of the fetus with multiple joint contractures corresponding arhtrogryposis multiplex congenita.
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Fig. 4. (A) High power microscopic findings of calf muscle shows mild size variation of skeletal muscle fiber and interstitial edema (H&E, x400). (B)
Electron microscope shows well preserved myofbrils and sarcomeres (arrow). There is no abnormal mitochondria nor cytoplasmic inclusion (x1,500).

l“x . R

QTS 2l0Ix OF 30%0i|A 20| = HeZ Hu=ICH9].

2R TES CUSh| Ll 4 QIRIE! RS oz 95 4
SHRI7H SAIOH OJZIEICE, THS: A3t Z20l= EREO| HETHX| o]

SiE)7|E BT}, PHFORE MEZOIS HANEH SERM U
=

_

=}

XI91, O3t % 2K Oj, = 2 S0| 9lon, Yeisioz xs0|

Lt 0] s=H2 FdEo|ch,
BHEO| =2 YU 16-18%F 01F0ll= MESHA| R0k LA A1
2700 = FR= Mol glon HREE YU M7 |Lt P4 M3

671



KOREAN JOURNAL OF OBSTETRICS & GYNECOLOGY
KJOG Vol. 55, No. 9, 2012

E700f ZISEICEH SEX2 X20l= 23T} 7|77t 2l XS0 E
XX =R 27| TITo| =22 F7|= st QM| of4o|Lt Cf
£ St 7|¥0| Sttzlz 40z Z7|EIT0| 7kssich 2 H14
27(0f efot SHOIFHL FH Q| 77 2 152 H0|7| Tof| Lt
Ete & loni5], S20| 2 FE(cystic hygroma)2 XIAKY 7K

maturity. J Child Orthop 2009;3:383-90.

. Chung IH, Park BM. A case of Arthrogryposis multiplex con-

genita. J Korean Med Assoc 1961;4:62-4.

. Mennen U, van Heest A, Ezaki MB, Tonkin M, Gericke

G. Arthrogryposis multiplex congenita. J Hand Surg Br

=537} piio] it 2005;30:468-74.

Hx{st 2ol HH2 Mot HYRXI0AH| ol =2t R 2o Chet M 5. Lin IW, Chueh HY, Chang SD, Cheng PJ. The application of
HE floll ZQolt B HHES floiid= AFTHTAL ZT=ZAL three-dimensional ultrasonography in the prenatal diagnosis
24EN EFAE0| ARHTSEHIO|L XV [ZEIY, 24, 22, of arthrogryposis. Taiwan J Obstet Gynecol 2008;47:75-8.
A0 M{2S ZEket MLst 22 FMZAL RS ZAH S0l 6. Hall JG. Arthrogryposis multiplex congenita: etiology, genet-
AlZ4=|0foF SHTH8,10-12]. ics, classification, diagnostic approach, and general aspects. J

MAE2 2 320l Z52X1Z0] M3 Cigd 2EE232 2l Pediatr Orthop B 1997;6:159-66.

OF FHEIUX[TE CHS LI A RHELOf| CHSt Mkt oIS L AES 7. Vuopala K, Leisti J, Herva R. Lethal arthrogryposis in Finland-
Ploll Exstn A= #2 EY 7ES ARMSIACE 0IF {lofil 29 -a clinico-pathological study of 83 cases during thirteen years.
HAH npqEnt Ji=E=0f et MRS 27 & MBI ZAL EHot Neuropediatrics 1994;25:308-15.
o FMHIZAL F20| ZZIEY 0|YUYBf thsh ST ZAL AME 8. Gordon N. Arthrogryposis multiplex congenita. Brain Dev
otoll Chet X7 |SEIEZAL 2, thil, Ak, M= 2 TS 22/ 1998;20:507-11.
ZeMA 3 MXSH0IAEAE ARSI £IEXo= SAHXZORE ¢ 9. Zori RT, Gardner JL, Zhang J, Mullan MJ, Shah R, Osborn AR, et
oF AAIZET || Efol 2SHIEHE HRICZ FHSINCE 0|2t 22 A al. Newly described form of X-linked arthrogryposis maps to
= HIECE X2t AZEAEMaS ARsI¥T 2 B9 M= the long arm of the human X chromosome. Am J Med Genet
Ch= YAlollM et 00| E2HSIRALCE 1998;78:450-4.
10. Bamshad M, Van Heest AE, Pleasure D. Arthrogryposis: a re-
view and update. J Bone Joint Surg Am 2009;91 Suppl 4:40-6.
References 11. Hardwick JC, Irvine GA. Obstetric care in arthrogryposis multi-
plex congenita. BJOG 2002;109:1303-4.
1. Hall JG. Genetic aspects of arthrogryposis. Clin Orthop Relat  12. Kang PB, Lidov HG, David WS, Torres A, Anthony DC, Jones
Res 1985;(194):44-53. HR, et al. Diagnostic value of electromyography and muscle
2. Fassier A, Wicart P, Dubousset J, Seringe R. Arthrogryposis mul- biopsy in arthrogryposis multiplex congenita. Ann Neurol
tiplex congenita. Long-term follow-up from birth until skeletal 2003;54:790-5.
Lm0 SAXZ D} HELE MY Cidy 2EESS 100
i KERiNst olnioyst Amoimistm Al Aalstm Al
Lallg', 227, 24
MY O HEgsS2 tghy HR9| 158 20l= MEA 0ldo|ct E2HR! e 0|4S Zo[Lt MM =51tz ZIHst
= A2 ofFEn) MM iy #EES30 E02 I SFNEAI Oy, I2sHE, ZeixA Aet 12| deuAS0|L XZ7 1Y
SO ABU BEXR1 @RI0Z Ltz 4 UCL MAE2 S4AES 71 AR0M AMESIE Ao MEY Cighy HEg25s
Tt 01 S AlRSt 1015 A7 (0] 2HEHS 280t el B 1sk= Hio|ct
ST MY Oy 2SS, 4R, A
672 WWW.KJOG.ORG



