
World Journal of
Clinical Cases

World J Clin Cases  2019 January 26; 7(2): 122-259

ISSN 2307-8960 (online)

Published by Baishideng Publishing Group Inc



W J C C World Journal of
Clinical Cases

Contents Semimonthly  Volume 7  Number 2  January 26, 2019

ORIGINAL ARTICLE

Case Control Study

122 Short-term efficacy of natural orifice specimen extraction surgery for low rectal cancer
Hu JH, Li XW, Wang CY, Zhang JJ, Ge Z, Li BH, Lin XH

130 Correlation  analysis  of  collagen  proportionate  area  in  Budd-Chiari  syndrome:  A  preliminary

clinicopathological study
He FL, Li C, Liu FQ, Qi XS

Retrospective Cohort Study

137 Combination of serum gamma-glutamyltransferase and alkaline phosphatase in predicting the diagnosis of

asymptomatic choledocholithiasis secondary to cholecystolithiasis
Mei Y, Chen L, Zeng PF, Peng CJ, Wang J, Li WP, Du C, Xiong K, Leng K, Feng CL, Jia JH

Retrospective Study

145 New metastatic lymph node classification for early gastric cancer should differ from those for advanced

gastric adenocarcinoma: Results based on the SEER database
Lin JX, Lin JP, Li P, Xie JW, Wang JB, Lu J, Chen QY, Cao LL, Lin M, Tu RH, Zheng CH, Huang CM

SYSTEMATIC REVIEW
156 Interventions to improve sarcopenia in cirrhosis: A systematic review

Naseer M, Turse EP, Syed A, Dailey FE, Zatreh M, Tahan V

171 Clinical significance of exosomes as potential biomarkers in cancer
Wong CH, Chen YC

CASE REPORT
191 Cardiac  involvement  in  disseminated  diffuse  large  B-cell  lymphoma,  successful  management  with

chemotherapy dose reduction guided by cardiac imaging: A case report and review of literature
Al-Mehisen R, Al-Mohaissen M, Yousef H

203 Two cases of variant late infantile ceroid lipofuscinosis in Jordan
Nafi O, Ramadan B, Riess O, Buchert R, Froukh T

209 Cecal lipoma with subclinical appendicitis: A case report
Tsai KJ, Tai YS, Hung CM, Su YC

WJCC https://www.wjgnet.com January 26, 2019 Volume 7 Issue 2I

https://www.wjgnet.com


Contents
World Journal of Clinical Cases

Volume 7  Number 2  January 26, 2019

215 Concomitant adenosquamous carcinoma and cystadenocarcinoma of the extrahepatic bile duct: A case

report
Lu BJ, Cao XD, Yuan N, Liu NN, Azami NL, Sun MY

221 Metastatic low-grade endometrial stromal sarcoma with sex cord and smooth muscle differentiation: A case

report
Zhu Q, Sun YQ, Di XQ, Huang B, Huang J

228 Successful treatment of invasive fungal rhinosinusitis caused by Cunninghamella: A case report and review of

the literature
Liu YC, Zhou ML, Cheng KJ, Zhou SH, Wen X, Chang CD

236 Sarcomatoid carcinoma of the pancreas: A case report
Zhou DK, Gao BQ, Zhang W, Qian XH, Ying LX, Wang WL

242 Collision carcinoma of squamous cell carcinoma and small cell neuroendocrine carcinoma of the larynx: A

case report and review of the literature
Yu Q, Chen YL, Zhou SH, Chen Z, Bao YY, Yang HJ, Yao HT, Ruan LX

253 Surgical treatment of malignant biliary papillomatosis invading adjacent organs: A case report
Xiao Y, Zhao J, Wu H, Xie KL, Wan Y, Xu XW, Zhang YG

WJCC https://www.wjgnet.com January 26, 2019 Volume 7 Issue 2II



Contents
World Journal of Clinical Cases

Volume 7  Number 2  January 26, 2019

ABOUT COVER Associate Editor of  World Journal of Clinical Cases, Shuhei Yoshida, MD,
PhD, Assistant Professor, Division of Gastroenterology, Yachiyo Medical
Center, Tokyo Women’s Medical University, Chiba 276-8542, Japan

AIMS AND SCOPE World Journal of Clinical Cases (World J Clin Cases, WJCC, online ISSN 2307-
8960, DOI: 10.12998) is a peer-reviewed open access academic journal that
aims to guide clinical practice and improve diagnostic and therapeutic skills
of clinicians.
    The primary task of WJCC is to rapidly publish high-quality
Autobiography, Case Report, Clinical Case Conference (Clinicopathological
Conference), Clinical Management, Diagnostic Advances, Editorial, Field of
Vision, Frontier, Medical Ethics, Original Articles, Clinical Practice, Meta-
Analysis, Minireviews, Review, Therapeutics Advances, and Topic
Highlight, in the fields of allergy, anesthesiology, cardiac medicine, clinical
genetics, clinical neurology, critical care, dentistry, dermatology, emergency
medicine, endocrinology, family medicine, gastroenterology and
hepatology, geriatrics and gerontology, hematology, immunology, etc.

INDEXING/ABSTRACTING World Journal of Clinical Cases (WJCC)is now indexed in PubMed, PubMed Central,

Science Citation Index Expanded (also known as SciSearch®), and Journal Citation

Reports/Science Edition. The 2018 Edition of Journal Citation Reports cites the 2017

impact factor for WJCC as 1.931 (5-year impact factor: N/A), ranking WJCC as 60

among 154 journals in Medicine, General and Internal (quartile in category Q2).

RESPONSIBLE EDITORS
FOR THIS ISSUE

Responsible Electronic Editor: Yun-Xiaojian Wu Proofing Editorial Office Director: Jin-Lei Wang

NAME OF JOURNAL
World Journal of Clinical Cases

ISSN
ISSN 2307-8960 (online)

LAUNCH DATE
April 16, 2013

FREQUENCY
Semimonthly

EDITORS-IN-CHIEF
Dennis A Bloomfield, Sandro Vento

EDITORIAL BOARD MEMBERS
https://www.wjgnet.com/2307-8960/editorialboard.htm

EDITORIAL OFFICE
Jin-Lei Wang, Director

PUBLICATION DATE
January 26, 2019

COPYRIGHT
© 2019 Baishideng Publishing Group Inc

INSTRUCTIONS TO AUTHORS
https://www.wjgnet.com/bpg/gerinfo/204

GUIDELINES FOR ETHICS DOCUMENTS
https://www.wjgnet.com/bpg/GerInfo/287

GUIDELINES FOR NON-NATIVE SPEAKERS OF ENGLISH
https://www.wjgnet.com/bpg/gerinfo/240

PUBLICATION MISCONDUCT
https://www.wjgnet.com/bpg/gerinfo/208

ARTICLE PROCESSING CHARGE
https://www.wjgnet.com/bpg/gerinfo/242

STEPS FOR SUBMITTING MANUSCRIPTS
https://www.wjgnet.com/bpg/GerInfo/239

ONLINE SUBMISSION
https://www.f6publishing.com

© 2019 Baishideng Publishing Group Inc. All rights reserved. 7901 Stoneridge Drive, Suite 501, Pleasanton, CA 94588, USA

E-mail: bpgoffice@wjgnet.com  https://www.wjgnet.com

WJCC https://www.wjgnet.com January 26, 2019 Volume 7 Issue 2III

mailto:bpgoffice@wjgnet.com


W J C C World Journal of
Clinical Cases

Submit a Manuscript: https://www.f6publishing.com World J Clin Cases  2019 January 26; 7(2): 215-220

DOI: 10.12998/wjcc.v7.i2.215 ISSN 2307-8960 (online)

CASE REPORT

Concomitant adenosquamous carcinoma and cystadenocarcinoma
of the extrahepatic bile duct: A case report

Bing-Jie Lu, Xue-Dong Cao, Nong Yuan, Ning-Ning Liu, Nisma L Azami, Ming-Yu Sun

ORCID number: Bing-Jie Lu
(0000-0001-9230-5554); Xue-Dong
Cao (0000-0002-0331-9733); Nong
Yuan (0000-0001-5575-1256); Ning-
Ning Liu (0000-0002-6968-3183);
Nisma L Azami
(0000-0003-2145-5269); Ming-Yu
Sun (0000-0001-8103-7283).

Author contributions: Lu BJ and
Sun MY wrote the manuscript and
were involved with project concept
and submission; Cao XD, Yuan N
and Liu NN analyzed the patient’s
clinical data; Sun MY and Azami
NL revised the manuscript; All
authors approved the final version
of this manuscript.

Supported by the Major Project of
Shanghai Municipal S and T
Commission, No. 15DZ1900104;
Shanghai Key Laboratory of
Traditional Chinese Clinical
Medicine, Key Disciplines of Liver
and Gallbladder Diseases and Key
Laboratory of Chronic Deficiency
Liver Disease of State
Administration of Traditional
Chinese Medicine of the People’ s
Republic of China.

Informed consent statement: This
study was reviewed and approved
as a retrospective case review by
the Institutional Review Board of
Shuguang Hospital, Shanghai,
China, with informed consent from
the patient waived.

Conflict-of-interest statement:
There are no potential conflicts
(financial, professional, or
personal) of interest relevant to this
article.

CARE Checklist (2013) statement:
The authors have read the CARE

Bing-Jie Lu, Nong Yuan, Nisma L Azami, Ming-Yu Sun, Key Laboratory of Liver and Kidney
Diseases, Institute of Liver Diseases, Shuguang Hospital Affiliated to Shanghai University of
Traditional Chinese Medicine, Shanghai 201203, China

Xue-Dong Cao, Department of Hepatobiliary Surgery, Shuguang Hospital Affiliated to
Shanghai University of Traditional Chinese Medicine, Shanghai 201203, China

Ning-Ning Liu, Department of Oncology, Shuguang Hospital Affiliated to Shanghai University
of Traditional Chinese Medicine, Shanghai 201203, China

Corresponding author: Ming-Yu Sun, MD, PhD, Professor, Key Laboratory of Liver and
Kidney Diseases, Institute of Liver Diseases, Shuguang Hospital Affiliated to Shanghai
University of Traditional Chinese Medicine, 528 Zhangheng Road, Pudong New District,
Shanghai 201203, China. mysun248@hotmail.com
Telephone: +86-21-20256520

Abstract
BACKGROUND
Infiltrative adenosquamous carcinoma (ASC) of the extrahepatic bile duct is
reported infrequently, which is an unusual variant of the ordinary
adenocarcinoma. The simultaneous development of ASC and
cystadenocarcinoma in the extrahepatic biliary tree is rare. In addition, the
accurate preoperative diagnosis of concomitant carcinoma in the multiple biliary
trees at an early stage is often difficult. Thus, awareness of the risk of the
multiplicity of biliary tumors is perhaps the most important factor in identifying
these cases.

CASE SUMMARY
Here, we report a case of a 63-year-old female with jaundice, who was referred to
Shuguang Hospital because of abdominal pain for 1 mo. An abdominal contrast-
enhanced computed tomography revealed a type I choledochal cyst and
intraluminal masses suggestive of adenoma of the common bile duct. In addition,
a preoperative diagnosis of a concomitant Klatskin tumor and type I choledochal
cyst was made. The patient underwent anti-inflammatory therapy, followed by
radical surgery due to hilar cholangiocarcinoma and resection of the choledochal
cyst. Examination of the surgical specimen revealed a papillary tumor of the
common bile duct, which arose from the malignant transformation of a pre-
existing cystadenoma. Histologic examination confirmed a special type of
cholangiocarcinoma; the tumor in the hilar bile duct was an ASC, whereas the
tumor in the common bile duct was a moderately differentiated
cystadenocarcinoma. The patient showed rapid deterioration 8 mo after surgery.
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CONCLUSION
Although concomitant ASC and cystadenocarcinoma of the extrahepatic bile duct
is difficult to diagnose before surgery, and the prognosis is poor after surgery,
surgical resection is still the preferred treatment.

Key words: Extrahepatic bile duct; Adenosquamous carcinoma; Klatskin tumor; Common
bile duct; Cystadenocarcinoma; Case report
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Core tip: We describe a patient with adenosquamous carcinoma of the hilar bile duct
associated with cystadenocarcinoma of the common bile duct, who was treated with
surgery. Although concomitant adenosquamous carcinoma and cystadenocarcinoma of
the extrahepatic bile duct is difficult to diagnose before surgery, and the prognosis is
poor after surgery, surgical resection is still the preferred treatment.
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INTRODUCTION
Adenosquamous carcinoma (ASC) is a rare histological type of biliary tract cancer,
which has been described as an infiltrative bile duct (BD) cancer containing two
malignant components: adenocarcinoma (AC) and squamous cell carcinoma (SCC).
Cystadenocarcinoma is characterized by a mixture of tumor cysts and solid neoplastic
regions. The incidence of BD origin is only 5-10%[1],  and around 90% occur in the
intrahepatic ducts.

Currently, literature describing multiple synchronous tumors of the extrahepatic
biliary tree is very limited. Herein, we present both the clinical and pathological
features, as well as the clinical course of a patient with concomitant ASC of the hilar
BD (HBD) and cystadenocarcinoma of the common BD (CBD).

CASE PRESENTATION

Chief complaint
A 63-year-old Chinese woman was admitted to Shuguang Hospital due to abdominal
pain for 1 mo.

History of present illness
Abdominal pain accompanied by back pain occurred without obvious cause and
worsened over time.  After  anti-inflammatory treatment,  the patient  experienced
temporary pain relief.

History of past illness
She recalled a history of gallstones.

Personal and family history
No additional family history nor bad personal habits were presented.

Physical examination upon admission
Pulse and blood pressure were within the normal range. With the exception of icterus,
physical  examination  did  not  identify  any  abnormalities  such  as  abdominal
tenderness,  rebound  tenderness,  guarding  of  the  abdomen,  palpable  mass,  or
hepatomegaly.

Laboratory examinations
Laboratory data showed elevated total bilirubin (2.2 mg/dL, normal range 0.2-1.2),
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alanine transaminase (60 U/L, normal range 0-35), aspartate transaminase (40 U/L,
normal range 0-35), and gamma-glutamyl transferase (244.95 U/L, normal range 8-
60). Tumor markers were within normal limits, except for a slight elevation in alpha-
fetoprotein (7.1 ng/mL, normal range 0-16.7) and carbohydrate antigen 12-5 (54.6
U/mL, normal range 0-41).

Imaging examinations
Abdominal  contrast-enhanced  computed  tomography  (CT)  revealed  a  type  I
choledochal  cyst  and  intraluminal  masses  suggestive  of  adenoma  of  the  CBD;
however, the malignant potential of the lesions could not be excluded (Figure 1A).
Magnetic resonance cholangiopancreatography (MRCP) revealed CBD dilatation, a
cystic mass in the lumen of the CBD and an irregular space-occupying lesion in the
HBD.

FINAL DIAGNOSIS
A diagnosis of a Klatskin tumor and a type I choledochal cyst was made (Figure 1B-
D).

TREATMENT
The patient underwent radical surgery for hilar cholangiocarcinoma and resection of a
choledochal cyst. During surgery, the extrahepatic BD (EHBD) was found to be clearly
thickened by approximately 5 cm, and there was a 3 cm mass-like structure in the
lower common hepatic duct, which penetrated the wall without invading the serosa.
Enlarged hilar lymph nodes or gallbladder stones were not observed. No metastases
were  found  in  the  liver,  spleen,  or  other  abdominal  organs.  There  was  also  no
evidence of  local  metastatic  involvement  of  the regional  lymph nodes.  Thus,  no
hepatectomy, pancreatectomy or lymphadenectomy was performed. Intraoperative
frozen sections were done to examine proximal and distal margin status, and all the
resection margins were free of residual cancer cells. The operation lasted for more
than 4 h, and the intraoperative blood loss was about 300 mL. No blood transfusion
was performed.

The patient received a combination of postoperative analgesia and prophylactic
antibiotics.  Hematoxylin and eosin staining was performed according to routine
laboratory protocols. In addition, immunohistochemical staining was performed to
define the origin of the cystic structures. Histologic examination showed a special
type  of  cholangiocarcinoma  (CC),  namely  ASC  of  the  HBD  associated  with
cystadenocarcinoma of the CBD. On the one hand, the Klatskin tumor showed a
mixture of AC and SCC, where the AC portion included easily recognizable gland-
like structures and focally abundant mucus production (Figure 2A-B). On the other
hand,  SCC  was  mixed  with  the  AC  region  and  occurred  as  separate  sheets  of
malignant  cells.  Well-differentiated  SCC  was  characterized  by  cell  atypia  and
pleomorphism, as well as focal keratinization, with keratin pearls and individual cell
keratinization  (Figure  2C).  Moreover,  a  malignant  tumor  with  a  papillary  and
glandular pattern was found in the CBD; the lining cells were cuboidal with mild to
moderate  nuclear  atypia (Figure 2D-E).  Immunohistochemistry showed positive
cytokeratin (CK) 7 (Figure 2F). A definitive diagnosis of concomitant ASC of the HBD
and cystadenocarcinoma of the CBD was given.

OUTCOME AND FOLLOW-UP
The patient recovered and was discharged on postoperative day 14 in good condition,
and was followed closely as an outpatient under hepatobiliary surgery services. In
terms of diet, the patient was advised to strengthen her nutrition. Unfortunately, at
the end of the 8 mo follow-up, there were multiple metastases.

DISCUSSION
Since the 1980s, the age-adjusted incidence rates of extrahepatic CC have remained
stable[2].  ASC of the EHBD has been reported to account for approximately 2% of
extrahepatic CC. The overall 1-year, 2-year and 5-year survival rates for patients with
ASC of the BD are 30.1%, 11.3%, and 3.7%, respectively, and the median survival is
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Figure 1

Figure 1  Computed tomography and magnetic resonance cholangiopancreatography findings. A: Contrast-enhanced computed tomography showed a mass-
like structure in the bile duct, and the malignant potential of the lesion could not be excluded (arrow); B: Magnetic resonance cholangiopancreatography (MRCP)
revealed the dilated common bile duct; C: MRCP showed the space-occupying lesion in the hilar bile duct and the presence of a Klatskin tumor (arrow); D: Three-
dimensional MRCP demonstrated a type I choledochal cyst (arrow).

14.0,  6.0 and 6.0 mo for ampulla of Vater,  EHBD and intrahepatic bile duct ASC,
respectively[3]. Patients with choledochal cysts, particularly type I and IV, have an up
to 50-fold increased risk of developing CC, with a lifetime incidence rate of 6% to
30%[4]. It has been hypothesized that cystadenocarcinoma results from the malignant
degeneration  of  pre-existing  cystadenoma,  which  has  a  risk  of  malignant
transformation as high as 20-30%[5].

The diagnosis of CC is challenging, as the clinical presentation is often insidious
and frequently nonspecific. Globally, the average age at diagnosis is over 50 years.
Several  serum tumor  markers  (CA 19-9,  CEA,  and  CA-125)  may  be  elevated  in
patients with CC. However, not one of these serum markers is specific.  MRCP is
noninvasive and provides additional information on the extent of extra-biliary tumor,
vascular encasement, the relation of the primary tumor to surrounding structures, and
intra-  as  well  as  extrahepatic  metastases[6].  In  addition,  fluorescence  in  situ
hybridization  has  been  demonstrated  to  increase  the  sensitivity  of  cytology  for
diagnosing CC[7]. Cystadenocarcinoma can be morphologically differentiated from CC
by its cystic features, and CT and MRI are helpful in making a diagnosis. In malignant
lesions,  most  tumor  cells  are  positive  in  immunohistochemical  staining  with
antibodies  to  CK;  however,  immunohistochemistry  does  not  yield  a  diagnostic
immune profile to distinguish cystadenoma from cystadenocarcinoma.

The histologic types of CC include intestinal type AC, clear cell AC, signet-ring cell
carcinoma, ASC, SCC, and small cell carcinoma[8]. The World Health Organization
tumor classification system (2010) makes a clear distinction between ASC, which
contains malignant glandular and squamous elements, and AC, including benign
squamous metaplasia, which is mainly caused by chronic inflammation, gallstones or
choledochal  cysts  undergoing  malignant  transformation.  Additionally,  the  SCC
component  of  ASC is  closely  related  to  an  advanced  AC and displays  a  higher
proliferative capacity[9], whereas pure SCC is rare and may be associated with chronic
cholangitis. ASC is clinically more aggressive and has a less favorable prognosis than
AC, but a better prognosis than SCC, which grows twice as fast as AC. Once AC
transforms to ASC, the carcinoma is highly malignant[10]. Kim et al[11] reported a higher
incidence of lymph node metastasis in patients with ASC than in those with AC, with
a node-positive rate of  more than 80%. Most  biliary cystic  neoplasms,  including
cystadenomas and malignant cystadenocarcinomas,  arise from the hepatobiliary
epithelium.  Since  Hueter  first  reported  cystadenocarcinoma  in  1887,  its
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Figure 2

Figure 2  Histopathological appearances of the concomitant tumors in the extrahepatic bile duct. A: At higher magnification, the area of adenocarcinoma (AC)
showed gland-like differentiation (arrow) and mucin production (HE, × 20); B: A transition area between AC and squamous cell carcinoma (SCC) was visible (HE, ×
20); C: The area of SCC showed individual cell keratinization and the presence of inter-cellular bridges (HE, × 20). Note the presence of keratin pearls (arrow); D: Low
magnification of papillary cystadenocarcinoma (HE, × 4); E: Higher magnification of moderately differentiated cystadenocarcinoma with a glandular pattern, and mild to
moderate nuclear atypia (arrow), without mesenchymal stroma (HE, × 20); F: Immunostaining for Cytokeratin 7 (CK7) in the AC component of the common bile duct.
HE: Hematoxylin and eosin.

pathophysiology has not been completely determined[12]. The possible pathogenesis
correlates with ductal plate malformations (DPM)[13], as first proposed by Jorgenson
MJ. The embryological ductal plate is a double-layered tubular column of precursor
hepatoblasts, which surround the portal vein radicle and progressively differentiate
into future BDs[14]. However, Terada et al[15] suggested that this DPM-like structure in
cystadenocarcinoma was not true DPM, but rather represented structural  atypia
related to carcinoma cells. Besides, some authors favor an acquired etiology, such as a
reactive  process  to  a  focal  injury.  Occasionally,  genetic  alterations  with  Kras
mutations may occur in regions of low- and high-grade dysplasia.

Currently,  complete surgical  resection represents the only potentially curative
treatment  option for  biliary  tract  cancer,  and surgical  outcomes  have  improved
significantly in the 2000s due to careful patient selection, lower surgical mortality
rates and higher R0 resection rates.  Moreover,  the benefits of chemotherapy and
radiotherapy  as  adjuvant  therapies  for  resected  biliary  tract  cancer  are  under
investigation.  The only chemotherapeutic  drug approved by the Food and Drug
Administration for CC is gemcitabine, which, along with oxaliplatin, has been used as
the standard treatment for unresectable CC in non-cirrhotic patients[16]. Even so, most
patients may have a dismal prognosis and encounter early recurrence and distant
metastasis after surgery.
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CONCLUSION
In  summary,  although  multiple  carcinomas  occurring  in  different  parts  of  the
gastrointestinal tract are known, concomitant ASC and cystadenocarcinoma of the
EHBD is regarded as relatively rare. MRCP, combined with laboratory testing and
clinical data, is a valuable method for early diagnosis of hepatobiliary origin tumors.
Of course, accurate diagnosis still depends on pathological features. Once the patient
is diagnosed, surgery should be performed as soon as possible to reduce recurrence
and prolong survival.
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