
Case Report

Gastroenterology, Hepatology and Endoscopy

Gastroenterol Hepatol Endosc, 2021         doi: 10.15761/GHE.1000218

ISSN: 2398-3116

 Volume 6: 1-3

Targeted Biopsy is a must for this true Masquerade: 
Eosinophilic cholangitis and cholangioscopy
Zachary Wilmer Reichenbach1,2, Maryclare Taylor3, Lauren Laderman3, Kelly A. Whelan4,5, Nirag Jhala4, Kelvin Kwan N Lau3 and Woo Jung 
Lee1*
1Department of Gastroenterology and Hepatology, Temple University Hospital, Philadelphia, PA, USA
2Center for Substance Abuse Research (CSAR), Lewis Katz School of Medicine, Temple University, Philadelphia, PA, USA
3Department of Surgery, Temple University Hospital, Philadelphia, PA, USA
4Department of Pathology, Temple University Hospital, Philadelphia, PA, USA
5Fels Cancer Institute for Personalized Medicine, USA

Abstract
Eosinophilic cholangitis (EC) arises from eosinophilic infiltration and fibrosis of the biliary tree. Patients present with obstructive jaundice and symptoms such as 
weight loss raising the alarm for cholangiocarcinoma (CCA). A 44-year-old man presented with abdominal pain, jaundice, and abnormal liver chemistries. Imaging 
showed intrahepatic ductal dilation and MRCP revealed an abrupt transition and stricture in the common hepatic duct. An ERCP with single-operator per-oral 
cholangioscopy (SOPOC) demonstrated a frond-like mucosa with increased vascularity concerning for malignancy. Biopsies were unobtainable but SOPOC features 
seemed definitive leading to resection. Histological examination found eosinophilic cholangitis. 
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Introduction
Eosinophilic Cholangitis (EC) is a rare and benign fibrostenotic 

disorder of the biliary system that arises from eosinophilic infiltrates 
[1]. Studies estimate that it occurs in 2.2% of patients with sclerosing 
cholangitis [2]. SOPOC has advanced the evaluation of biliary strictures 
through direct visualization and targeted biopsy. Studies showed 
SOPOC imaging alone is adequate to distinguish malignant and benign 
strictures. However, our case showed the SOPOC features of EC can 
resemble CCA and targeted biopsy is imperative in diagnosis. 

Case presentation 
A 44-year-old man presented with days of RUQ pain, dark 

urine, pale stool, and scleral icterus as well as fatigue, anorexia, and 
30-lbs of weight loss. Examination found scleral icterus. Laboratory 
analysis showed total bilirubin 13.2 mg/dL (direct 8.8 mg/dL), alkaline 
phosphatase 537 U/L, AST 328 U/L, ALT 688 U/L, and CA 19-9 
387 U/L. WBC was 8.9 K/mm3 with 20% eosinophils. A CT showed 
intrahepatic ductal dilation. An MRCP showed intrahepatic biliary 
ductal dilation with an abrupt transition and stricturing at the junction 
of the common hepatic duct (CHD) and common bile duct (CBD), 
Figure 1. Wall thickening was noted with a mass-like enhancement. 

An ERCP found diffusely dilated ducts. The CBD had a severe 
stenosis 15 mm length and brushings were obtained. SOPOC revealed 
frond-like, nodular mucosa with increased vascularity concerning for 
malignancy, Figure 2. Unfortunately, targeted biopsies were not taken 
during the procedure due to lack of instruments. Standard biopsies 
were collected, and a plastic stent placed. 

Biopsies were non-diagnostic and brushings showed reactive 
glandular cells. He underwent excision of bile ducts and Roux-en-Y 
hepaticojejunostomy and cholecystectomy. Examination of the tissue 

showed thickened fibrotic bile duct and gallbladder walls exhibiting dense 
inflammatory infiltrate composed predominantly of eosinophils consistent 
with eosinophilic cholangitis and eosinophilic cholecystitis, Figure 3.

Figure 1. MRCP images showing intrahepatic biliary dilation and abrupt transitioning of 
the duct. 
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Discussion and conclusion 
EC is a rare and benign fibrostenotic disorder of the biliary tract 

from eosinophilic infiltrates [3,4]. A retrospective study found EC 
occurred in 2.2% of patients with sclerosing cholangitis and 30% of 
those where no cause was found during work up [2,5]. EC occurs most 
commonly in the 4th and 5th decade of life [6-8]. Abdominal pain was 
the most frequent symptom (44.4%) followed by jaundice (29.6%) and 
fever (18.5%)[7]. While peripheral eosinophilia occurs in 55.5-69.6% of 
EC cases, the relationship between EC and hypereosinophilic syndrome 
remains unclear [7]. Unintentional weight loss and an elevated CA 
19-9 have been documented in several cases as well which emphasizes 
its role as a “malignant masquerade” [9-11].

EC presents with dense transmural eosinophilic infiltration to the 
bile duct causing thickening of the fibromuscular layer and fibrosis 
of the subserosal layer [3,12]. While no number of eosinophils has 
been established for diagnosis, > 30 eosinophils/hpf have been noted 
[2]. Consistent with reports of EC patients displaying high IgE, an 
IgE level of 749 kU/L was found in our case [12]. This coupled with 
observations of increased IL-5 raises the possibility that underlying 
allergic mechanisms may contribute to recruitment of eosinophils to 
the bile duct [12]. Eosinophils release free radicals and inflammatory 
proteins which cause fibrosis and lead to strictures [12].

SOPOC allows direct visualization and improvement in image 
quality, single-operator use, and the capability to perform targeted 
biopsies allowed SOPOC to become a powerful tool in diagnostic 
challenges of biliary strictures. A meta-analysis showed pooled 

sensitivity of 66.2% and specificity of 97.0% in diagnosis of malignant 
stricture [13]. Another randomized trial demonstrated the overall 
accuracy of targeted biopsy of SOPOC was superior (87.1%) compared 
to standard brushing or biopsy sampling (65.5%) [14]. The visual 
inspection alone from SOPOC can differentiate malignant from 
benign stricture with reasonable accuracy (97.2%) [15]. However, 
the SOPOC images of our patient illustrates EC can have features to 
suggest malignant stricture such as frond-like nodular mucosa, luminal 
narrowing, and increased vascularity. Comparison of our patient with 
EC to another patient with cholangiocarcinoma are shown in Figure 2. 
Their images are indistinguishable. 

Symptoms may resolve spontaneously without intervention or 
after administration of steroids [1,16]. Budesonide and Prednisone 
work well and should be attempted [4,12]. In 23 cases of EC, 8 patients 
(34.8%) had complete resolution of symptoms with surgery alone and 
7 patients (30.4%) improved with steroids [4]. This case illustrates 
EC can be indistinguishable from malignancy by SOPOC images and 
targeted biopsy must be taken. Although preoperative diagnosis of EC 
may have avoided surgery, given his young age and degree of stricture, 
we believe surgical resection was acceptable treatment.
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