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Case report
We report the case of a 66 year-old woman with no medical 

history, who was admitted for chronic right hypochondrium 
pain evolving for 3 months. Physical examination, showed 
an enlarged liver with no tenderness or inϐlammatory signs. 
Liver function and full blood count, were within normal 
limits. The hydatic serology was negative and both carcino-
embryonic antigen (CEA) and α-fetoprotein tests showed 
normal levels.  Abdominal ultrasound showed a multilocular 
cystic lesion of segment IV, V, VI, with an extra hepatic 
extension. A CT scan revealed large 15.1 x 8.7 cm cystic mass 
,intra hepatic septa in segment IV, V, VI, and a 4 mm-tick wall 
spontaneously hyper-dense (Figure 1). 

The patient underwent a laparotomy that revealed a 
large cyst attached to the segment V and IV (Figure 2). We 
performed a cholecystectomy followed by fully resection 
cyst.

Histopathological examination showed multiloculated 
cysts lined by ϐlattened biliary type and mucinous epithelial 
cells with no dysplasia overlying ovarian type stroma. 

Based on the above features, the diagnosis of biliary 
cystadenoma was given.
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Abstract 

Biliary cystadenoma is a rare cystic tumor of the liver. It has a high recurrence rate and 
malignant transformation risk in middle-aged women. Pre-operative diagnosis is diffi  cult because 
of the lack of clinical, biological and radiological specifi city. The confi rmation of the diagnosis is 
made by the histopathological examination. Complete surgical resection is preferred because of 
the high risk of malignant transformation and recurrence.

 

 

Figure 1: A, B: Abdominal CT showing a giant hepatic cyst with intrahepatic septa.

Figure 2: Exophytic portion of the cyst attached to the segment IV and V with a 
hematoma contacts with the cyst.
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Discussion
Biliary cystadenoma is a rare benign cystic tumor, 

characterized by a high risk of recurrence and malignant 
transformation [1]. It affects middle-aged women (40-50 
years-old) [2], pediatric cases were also reported [3]. It 
frequently develops from the intra hepatic bile ducts, rarely 
from the extra hepatic bile ducts or gallbladder [4].

Clinical symptoms are not speciϐic. An abdominal mass 
is frequently found. Jaundice is rarely observed and mostly 
reveals an intra-hepatic biliary obstruction by mucosal plugs 
[5]. High levels of CA19-9 or carcino-embryonic antigen 
(CEA) are not speciϐic [6]. In ultrasound, the lesion appears 
usually as a single large mass, typically as a multilocular cyst 
[4]. 

CT scan ϐindings show low density, lobulated, multilocular 
thick wall and rarely coarse calciϐication [7].

In MRI ϐindings, the cyst can have a hypo intense ϐluid 
in T1 and hyper intense in T2, CT and MRI can also seek 
for enhancement of the capsule, septa or the presence 
of nodes, liver and bile ducts invasion, or carcinomatous 
transformation marked [4,8].

The conϐirmation of the diagnosis is made by the 
histopathological examination consisting in multiloculated 
cysts lined by cuboidal, columnar or ϐlattened biliary type 
or mucinous epithelial cells overlying ovarian type stroma. 
Ovarian type stroma has densely packed, oval to spindle-
shaped cells that may be focally luteinized. The cyst should 
be sampled extensively to rule out high grade dysplasia 
(complex tubulopapillary, nuclear pleomorphism, frequent 
mitotic ϐigures...) and invasive carcinoma (usually ductal 
adenocarcinoma) [9].

The most differential diagnoses are infected or hemo-
rrhagic biliary cysts, hydatid cysts, abscesses and metastases. 

Radical surgery is preferred because of their potential 
malignancy [10]. According to the literature biliary cyst-
adenoma has a recurrence risk of 10% [11]. 

Conclusion
Intra-hepatic biliary cystadenoma is a rare tumor, 

with non-speciϐic clinical presentation, undeϐined biology 
and difϐicult diagnosis. Combining clinical, biological and 
radiological data is often used to direct the diagnosis, but 
pathology conϐirmation is required. Complete surgical 

resection is preferred because of the high risk of malignant 
transformation and recurrence.
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