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CASE REPORT

Spontaneous rupture of a recurrent hepatic cystadenoma
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Abstract

Biliary cystadenoma is a rare cystic tumor of the mi-
ddle aged woman that usually arises in the liver or
occasionally in the extrahepatic bile ducts. It has a
strong potential for recurrence and for malignant tr
ansformation. The lack of specific clinical and bio-
logical features hinders diagnosis before surgery. The
spontaneous rupture of a hepatobiliary cystadenoma
is a very rare and potentially life-threatening com-
plication, with only two reported cases in the English
literature. We report a case with spontaneous rupture of
a recurrent hepatobiliary cystadenoma in a 32 year-old
woman.
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INTRODUCTION

Biliary cystadenomas are rare benign tumors, although
prone to malignant degeneration. Clinical and imaging
features are non specific. Consequently, they are pre-
operatively misdiagnosed in 50% to 70%of cases, com-
monly resulting in delayed and inaccurate treatment' .
We report a case of spontaneous rupture of a recurrent

biliary cystadenoma.

CASE REPORT

A 32-year-old woman with a symptomatic hepatic cyst
was referred to our department. Five months eatlier, she
had been operated on in another hospital for suspicion
of hydatid cyst of the liver in the fourth segment. A
conservative treatment was carried out (unroofing). His-
tological examination of the cystic wall revealed a biliary
cystadenoma with mesenchymal stroma. 4 mo later, she
presented right hypochondrium pain. Abdominal US
revealed a heterogeneous mixed-echoic tumor in the
fourth hepatic segment. An abdominal CT scan revealed
a 10 cm X 20 cm cyst with septations in liver segments
3, 4 and 5 (Figure 1). Surgical treatment was decided for
recurrent hepatic cystadenoma. 2 d before surgery, the
patient presented with severe abdominal pain. Abdominal
ultrasound showed diffuse peritoneal fluid. The patient
had an emergency laparotomy for cyst rupture. After
bilateral sub-costal incision, we found 2 liters of serous
fluid in the abdomen and exploration showed a huge
perforated cyst in the third, fourth and fifth hepatic seg-
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Figure 1 Computed tomography showing the hepatic cyst in segments TII,
IV and V with septations and intimate contact with portal veins.

Figure 2 Operative photography after complete removal of the cyst:
central hepatectomy. PV: portal vein; RPB: right portal vein; LPB: left portal
vein.

ments. We performed an atypic hepatic resection achie-
ving complete removal of the cyst (Figure 2). The imme-
diate postoperative period was uneventful and the patient
was discharged 6 d after surgery. Histological examination
confirmed benign cystadenoma (Figure 3). There was no
recurrence after 14 mo follow-up.

DISCUSSION

Cystadenoma is a benign tumor, supposedly originating
in intrahepatic (and more rarely extrahepatic) embryonic
tissue precursors of biliary epitheliumm. With its ma-
lighant counterpart (cystadenocarcinoma), it accounts
for less than 5% of all cystic lesions of the liver™. These
tumors usually present in middle aged women with a
mean age of 50 years and have a great variability in size,
ranging from 1.5 cm to 30 cm”,

The majority of patients are asymptomatic, but in the
case of large tumors, they may present with a palpable
mass and cause symptoms such as upper abdomen pain,
dyspepsia, anorexia, nausea and fever™ .

The most widely used diagnosis methods are ab-
dominal ultrasound and computed tomographylz’sj. Ultra-
sound will reveal an anechoic mass with sharp demarca-
tions and often with fine internal septationsm. Computed
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Figure 3 Photomicrograph demonstrating a cuboidal epithelial lining with
dense spindle cell (mesenchymal) stroma.

tomography usually shows a well-defined mass with
low-density and internal septa. Its fibrous capsule and
internal septations are often visible and help distinguish
the lesion from a simple cyst. The presence of mural
nodules or wall thickening should trigger the suspicion
of cystadenocarcinoma'. Unilocular lesions have been
reported and are often incorrectly diagnosed, resulting in
inadequate therapy”. Hydatid cyst is one of the disorders
most likely confused with hepatic cystadenoma’™®” spe-
cially in endemic hydatid disease regions. In our case, the
patient had conservative surgical treatment for suspicion
of hydatid cyst. Differential diagnosis may sometimes be
difficult especially when serology is negative and for type
II (cystic lesion with internal septa) and IV lesions acc-
ording to OMS Classification”. These lesions have thick
walls and contain intra cystic material"".

Establishment of the correct diagnosis is crucial be
cause application of inadequate treatment, including pa-
rtial excision or fenestration, results in an unacceptably
high rate of recurrence''”. Surgical resection is the treat-
ment of choice for hepatobiliary cystadenoma because it
avoids the risks of recurrence and malignant transformati
on!513

To our knowledge, this is only the third case of spon-
taneous rupture of hepatobiliary cystadenoma reported in
the English literature”. This complication is potentially
life-threatening and requires an emergency laparotomy.

In conclusion, hepatic cystadenomas are rare and sh
ould be expected when radiological imaging studies sug
gest a multilocular cystic hepatic lesion, especially in wo-
men. It can rarely present in an acute setting and rupture
is an exceptional complication.
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