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ABSTRACT 

Biliary cystadenoma are rare cystic lesions of liver. They accounts for less than 5% of nonparasitic cyst of liver. Hueter first 

reported biliary cystadenoma in 1887. It is an extremely rare benign hepatic tumor arising from von meyerberg complexes. It 

occurs frequently in middle age between 40 and 50 years with female preponderance. We, hereby, report a case of 70 year 

male, who presented with mass and pain in the right upper abdomen. 
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iliary cystadenoma is an extremely rare and 

benign hepatic tumor accounts for less than 5% of 

nonparasitic cyst of liver [1] with potential for 

malignant transformation [2]. It is difficult to distinguish 

biliary cystadenoma and biliary cystadenocarcinoma 

preoperatively and hence, surgical resection should be 

considered. Common location is intrahepatic (85%); out of 

which, 29% involve left lobe, 50% right lobe and 16% 

involve both the lobes. It usually occurs in females (female 

to male ratio - 4:1) and the age group between 40 and 50 

years is commonly affected [3]. Origin of tumour is due to 

proliferation of ectopic embryonic tissues that otherwise 

aid in the development of adult gall bladder [4].  It usually 

presents late because of its slow growing nature. 

CASE REPORT 

A 70 year old male presented with the mass in upper 

abdomen for past one month associated with vague 

abdominal pain, more on right side and early satiety. There 

was no history of jaundice. He had history of bull gore 

injury 30 years back for which laparotomy was done; 

however, the treatment records were not available.  

 

No other relevant history was given by the patient. On 

general examination, he was moderately built and 

nourished, not icteric, and there was no pallor or 

lymphadenopathy seen. His vitals were stable. A mass of 

size 20x15cm, firm in consistency, was felt in right 

hypochondrium extending up to right iliac fossa (figure 1). 

The other systemic examinations were normal. Clinical 

differential diagnosis of hydatid hepatic cyst was made.  

His routine blood investigations including complete 

hemogram, peripheral smear, and renal and liver function 

tests were within normal limits. Ultrasound examination of 

abdomen showed a cystic lesion in the right lobe of liver 

extending up to pelvis which was suggestive of biliary 

cystadenoma. CT abdomen also showed a cystic lesion in 

the right lobe of liver 20x10 cm size extending up to 

pelvis, with left diaphragmatic hernia (contents probably 

colon) confirming the diagnosis of biliary cystadenoma 

along with left diaphragmatic hernia (Figure 2). Upper 

gastrointestinal endoscopy revealed extraneous 

compression of the stomach.  
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Figure 1 - Preoperative picture showing mass in the abdomen occupying the right hypochondrium, epigastric, umblicus and right 

iliac fossa region. Figure 2 - CT Abdomen shows cystic lesion in right lobe of liver 200x100mm size extending up to pelvis. No 

septations seen. Figure 3 – Intra-operative picture showing the cyst before aspiration. 

The patient underwent laparotomy that revealed cyst of 

20x10 cm arising from right lobe of liver. Complete 

resection of cyst was done after aspirating about 1.5 litres 

of clear fluid (Figure 3 and 4). Left diaphragmatic hernia 

repair was also done with mesh after reducing the contents 

(splenic flexure of transverse colon and spleen). Intra-

operative and post-operative period was uneventful and 

intercostal drain was removed on 5
th

 post operative day.  

 

Figure 4 – Intra-operative picture showing cyst wall after 

aspiration. 

Specimen was sent for histopathlogical examination which 

showed a cyst wall contains epithelial lining of biliary type 

non-ciliated columnar epithelium. There was no evidence 

of ovarian stoma or malignant changes. Patient continues 

to do well for the past 1 year with no signs of recurrence. 

DISCUSSION 

Hepatobiliary cystadenoma can occur at any age but they 

are usually seen in middle aged women [3]. These tumours 

present commonly as multiloculated cyst while unilocular 

cystadenomas are rare [5]. Clinical presentation is usually 

with abdominal pain or discomfort, with abdominal 

distension and palpable mass [1, 3, 6]. Acute pain may 

occur due to rupture of the cyst or due to intracystic 

haemorrhage while infection of the cyst can cause fever 

[7]. Jaundice and ascites due compression of bile duct and 

inferior vena cava by the huge size of the cyst have also 

been reported [8,9,10]. On literature search, we could not 

find any report on cystadenoma causing diaphragmatic 

hernia. The cause of diaphragmatic hernia in our patient 

could be the previous injury. Differential diagnosis include 

parasitic cyst, liver abscess, cystic cholangiocarcinoma, 

and hepatobiliary mesenchymal tumours like biliary 

leiomyoma [3,11].  

On ultrasound examination, cystic nature of the lesion, 

septations, internal echoes and papillary projection if 

present can be demonstrated [12, 13]. CECT demonstrates 

the anatomic relation to the surrounding structures, 

particularly major vessels. MRI defines the nature of fluid 

e.g. blood or mucin [14]. Multilocular cystic lesion with 

calcification along the septa indicates likely diagnosis of 

cystadenocarcinoma [15]. The presence of irregular 

thickness, mural nodule or papillary projection indicates 

the possibility of malignancy. Investigations like intra-

operative cholangiography, and ERCP are indicated only if 

communication of the cyst is suspected. 

Initial definition of cystadenoma by Edmondson in 

1958 and by Wheeler & Edmondson in 1985, includes 

three distinctive features. The lesion should be i) 

Multilocular       ii) Lined by a columnar epithelium iii) 

Accompanied by a dense cellular ovarian like stroma. 

Presently, there are divided in two types i.e. 1) 
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Hepatobiliary cystadenoma with mesenchymal stroma 

(ovarian like) and 2) Hepatobiliary cystadenoma without 

mesenchymal stroma. Hepatobiliary cystadenoma with 

ovarian stroma were exclusively seen in females and these 

are considered pre-malignant with good prognosis while 

cystadenoma without stroma are known to transform into 

malignancy more often with poor prognosis [6,12]. Cystic 

fluid may be clear, mucinous and rarely bile stained or 

purulent. Presence of blood stained fluid indicates 

malignant component [12]. 

Cystic fluid analysis for CEA, CA19-9 can be useful in 

differentiating cystadenoma from other hepatic cystic 

lesion. Elevated markers give indication of biliary origin of 

the cyst [1,7,12]. Only histopathological examination of 

the resected specimen is the final diagnostic method of 

cystadenoma and cystadenocarcinoma. If a cystadenoma is 

suspected, or has been diagnosed, surgery is indicated even 

in asymptomatic patients since cystadenoma and 

cystadenocarcinoma cannot be reliably differentiated based 

on the radiologic and macroscopic criteria. Partial excision 

and drainage may lead to recurrences [1,16,17]. 

CONCLUSION 

Biliary cystadenoma is a rare benign hepatobiliary tumour 

which mostly affects middle aged females and manifest as 

multi locular cystic mass. This case occurred in old age 

male with unilocular cystic lesion without mesenchymal 

stroma.  
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