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Abstract
Biliary cystic tumors, such as cystadenomas and cyst-
adenocarcinomas, are rare cystic tumors of the liver, 
accounting for less than 5% of all intrahepatic cysts of 
biliary origin. Biliary cystadenomas have been known to 
occur predominantly in women (> 85%), and 38%-44% 
of biliary cystadenocarcinomas have occurred in males. 
We wrote this letter to comment on a brief article (World 
J Gasteroenterol  2011 January 21; 17(3): 361-365) 
regarding a case of intrahepatic biliary cystic neoplasm 
treated with surgery. The adenoma-carcinoma sequence 
is the possible mechanism of carcinogenesis. If the 
carcinogenesis of biliary cystadenocarcinoma occurs in 
the adenoma-carcinoma sequence, we believe that the 
male-to-female ratio of cystadenoma should be higher 
than the incidence rate that has been reported to date.
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TO THE EDITOR
Biliary cystic tumors, such as cystadenomas and cyst-
adenocarcinomas, are rare cystic tumors of  the liver, 
accounting for less than 5% of  all intrahepatic cysts of  
biliary origin. Biliary cystadenomas have been known to 
occur predominantly in women (> 85%), and this almost 
exclusively female predominance suggests a strong hor-
monal influence. Emre et al[1]. reported nine patients with 
intrahepatic biliary cystic liver neoplasms, all of  them 
were female. And 38%-44% of  biliary cystadenocarci-
nomas occur in males with a higher mean age compared 
with cystadenomas[2].

In spite of  the improvement in imaging techniques, 
the differential diagnosis of  simple hepatic cysts and 
intrahepatic biliary cystadenoma is still problematic.[1] If  
the malignancy is suspected, surgery is recommended; 
if  benign disease is suspected, many clinicians might 
misdiagnose cystadenomas as simple cysts and recom-
mend observation and/or follow-up examinations rather 
than surgical treatment. Cases of  biliary cystic neoplasm 
reported in the literature are diagnosed mostly based on 
pathologic findings after operation. Thus, we examined 
whether there may be a bias toward the gender-related 
incidence of  biliary cystadenoma.
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Between May 2004 and December 2009, 10 patients 
underwent surgery for intrahepatic biliary cystic neoplasm 
at Chonnam National University Hospital, Gwangju, Ko-
rea. Eight patients had biliary cystadenomas, and two had 
cystadenocarcinomas. The patients with cystadenomas 
consisted of  five females (62.5%) and three males (37.5%). 
Both patients with cystadenocarcinomas were males. In 
our report, the female predilection of  biliary cystadenoma 
is much weaker than in other reports[1,2].

The role of  biliary cystadenoma in the pathogenesis 
of  biliary cystadenocarcinoma is controversial. Transfor-
mation into a cystadenocarcinoma has been reported, 
although it is rare[3]. Thus, the adenoma-carcinoma se-
quence is a possible mechanism of  carcinogenesis. Biliary 
cystadenomas have been known to occur predominantly 
in women. If  the carcinogenesis of  biliary cystadeno-
carcinoma occurs in the adenoma-carcinoma sequence, 
we believe that the male-to-female ratio of  cystadenoma 
should be higher than the incidence rate that has been re-
ported until now. The current knowledge and predictions 

about intrahepatic biliary cystic neoplasms are based on a 
limited number of  case reports. The precise mechanisms 
of  carcinogenesis remain unknown. Thus, accumulation 
of  larger groups of  patients and further examinations will 
be necessary to analyze the pathogenesis and incidence of  
intrahepatic biliary cystic neoplasms (cystadenomas and 
cystadenocarcinomas).
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