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Introduction

Intraductal papillary neoplasm of the bile duct (IPN-B) is a rare tumor of the biliary system 
that can secrete mucus and is considered to be a precancerous lesion with high malignant 
potential, characterized by intraductal growth and easy recurrence. In this study, a case of 
IPN-B was reported.

Case Report

On January 16, 2018, a 76-year-old male patient was admitted due to “upper abdominal 
pain and discomfort for over 1 week”. The patient presented with mild jaundice, no rigor and 
hyperpyrexia. Laboratory tests: glutamyl transpeptidase (GGT): 578U/L; alkaline phosphatase 
(ALP): 149U/L; Total bilirubin: 25.20umol/L; Indirect bilirubin: 20.10umol/L, CA125:8.39U/
ml, CA199:12.99U/ml. Imaging examination: abdominal enhancement MR & MRCP: nodular 
abnormal signal lesion about 1.7 × 1.1cm was observed in the left hepatic duct near the hepatis 
porta, and enhancement was observed in the enhanced scan; the upstream intrahepatic bile 
duct in the left lobe of the liver was significantly expanded. Intraoperative findings: The 
patient underwent left hemi hepatectomy & cholecystectomy. During the operation, there was 
free tumor embolus at the broken end of left hepatic duct. It was decided to perform common 
bile duct exploration. The upper segment of common bile duct was incised and removed the 
tumor. T-tube drainage was left in place after performing the choledochoscopy. Postoperative 
pathology: (left half liver and contents of bile duct cavity) intraductal papillary neoplasm, high 
grade, with total lesion area of about 1.1 × 0.7cm. Liver resection margin, gallbladder neck 
lymph node (1) and “Group 12” lymph node (3) showed no tumor. The patient was followed 
up for over 1 year after the surgery, without obvious abnormality (Figure 1).

Discussion

IPN-B often occurs in left intrahepatic and common bile duct in patients aged 50-70 
years in the Far East. It is associated with local endemicity of intrahepatic bile duct stones 
and clonorchiasis. The current reports are sporadically distributed and show different 
gender predominance in different regions [1]. The most common clinical manifestation of 
IPN-B patients is right upper quadrant pain, followed by recurrent acute cholangitis, chills 
and high fever together with obstructive jaundice symptoms, However some patients may 
be asymptomatic [2]. Morphologically, it is characterized by solitary or multiple gray-brown, 
friable, papillary masses distributed along the biliary tract. Microscopic shows epithelial 
proliferation in the dilated bile duct, which is papillary or tubular. In the papilla, a fine 
fibrovascular core can be seen. Epithelial cells are columnar or cuboidal in shape in a single 
layer. The nucleus is round or oval and located at the base. Few findings have been reported in 
laboratory tests for IPN-B. The most common finding on imaging studies is biliary dilatation, 
followed by intraductal masses [3]. If considered, the diagnosis can be further confirmed 
by means of magnetic resonance cholangiography (MRCP) or endoscopic retrograde 
cholangiography (ERCP). However, it is sometimes difficult to make an accurate diagnosis 
even if the MRCP examination is perfected. The preoperative diagnosis in the present case, for 
example, was considered to be left intrahepatic cholangiocarcinoma (Figure 2). In addition, 
There are also necessary to identify, for instance, recurrent suppurative cholangitis with bile 
duct stones [1], and hepatic mucinous cystic neoplasm (HMCN) [4].
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Figure 1: MR + MRCP showing nodular filling defect in the left hepatic duct and the confluence of left and right 
hepatic ducts in the hilar region, and biliary dilatation in the left lobe of the liver.

Figure 2: 200 ×, The epithelial cells in the bile duct proliferated and showed papillary morphology. A fibrovascular 
core was seen in the papilla.

IPN-B has a risk of transformation to invasive cancer, and the 
recurrence rate is relatively high. Recent studies recommend radical 
resection for IPN-B patients [5] and it is the main factors affecting the 
prognosis of patients. Research [6] showed that: the 1-year tumor 
recurrence rate of such patients is 12.5%, and the overall survival 
rate is 96.2%; the 5-year tumor recurrence rate is 47.0%, and the 
overall survival rate is 68.8%. In this case, the patient underwent 
R0 resection (left hemi hepatectomy & lymph node dissection). 
For patients who may not be able to undergo R0 resection, liver 
transplantation with total biliary resection is feasible to achieve 
curative effect [7]. Additionally, the primary location of the tumor 
contributed to the patient prognosis [8]. Patients with intrahepatic 
IPN-B had a better postoperative survival time than those with 
extrahepatic IPN-B. Other factors affecting prognosis are the degree 
of lymph node metastasis and whether mucus is secreted. To detect 
recurrence as early as possible, MRCP is recommended to schedule 
follow-up every 3 months during the first year and every 6 months 
during the second year after R0 resection [9].

Conclusion

In conclusion, IPN-B is a rare tumor of the biliary tract with 
special pathogenesis and unclearly progression mechanisms. 

Radical resection is the most effective treatment and favorable 
factor for long-term survival, especially in patients with early-stage 
IPN-B.
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