
World Journal of
Clinical Cases

ISSN 2307-8960 (online)

World J Clin Cases  2022 March 26; 10(9): 2660-2975

Published by Baishideng Publishing Group Inc



WJCC https://www.wjgnet.com I March 26, 2022 Volume 10 Issue 9

World Journal of 

Clinical CasesW J C C
Contents Thrice Monthly Volume 10 Number 9 March 26, 2022

REVIEW

Role of metabolites derived from gut microbiota in inflammatory bowel disease2660

Zheng L, Wen XL, Duan SL

MINIREVIEWS

Roles of Wnt/β-catenin signaling pathway related microRNAs in esophageal cancer2678

Chu CY, Wang R, Liu XL

Animal models applied to acute-on-chronic liver failure: Are new models required to understand the 
human condition?

2687

Gama JFG, Cardoso LMDF, Lagrota-Candido JM, Alves LA

ORIGINAL ARTICLE

Case Control Study

Associations between coagulation factor XII, coagulation factor XI, and stability of venous 
thromboembolism: A case-control study

2700

Meng Y, Li Y, Ye YJ, Ma Q, Zhang JB, Qin H, Deng YY, Tian HY

Retrospective Cohort Study

Nomogram to predict the risk of endoscopic removal failure with forceps/baskets for treating 
submandibular stones

2710

Huang Y, Liang PS, Yang YC, Cai WX, Tao Q

Association between anesthesia technique and complications after hip surgery in the elderly population2721

Guo LS, Wang LN, Xiao JB, Zhong M, Zhao GF

Retrospective Study

Perforating and nonperforating indications in repeated surgeries for Crohn’s disease2733

Shen WS, Huang XH, Liu RQ, Li CY, Li Y, Zhu WM

Treatment of Pneumocystis jirovecii pneumonia in non-human immunodeficiency virus-infected patients 
using a combination of trimethoprim-sulfamethoxazole and caspofungin

2743

Wu HH, Fang SY, Chen YX, Feng LF

Acute kidney injury in traumatic brain injury intensive care unit patients2751

Huang ZY, Liu Y, Huang HF, Huang SH, Wang JX, Tian JF, Zeng WX, Lv RG, Jiang S, Gao JL, Gao Y, Yu XX

Enucleation combined with guided bone regeneration in small and medium-sized odontogenic jaw cysts 2764

Cao YT, Gu QH, Wang YW, Jiang Q



WJCC https://www.wjgnet.com II March 26, 2022 Volume 10 Issue 9

World Journal of Clinical Cases
Contents

Thrice Monthly Volume 10 Number 9 March 26, 2022

Clinical Trials Study

Determination of the ED95 of intranasal sufentanil combined with intranasal dexmedetomidine for 

moderate sedation during endoscopic ultrasonography

2773

Zou Y, Li N, Shao LJZ, Liu FK, Xue FS, Tao X

Observational Study

Overexpression of Ubiquilin4 is associated with poor prognosis in patients with cervical cancer2783

Wang LN, Huang KJ, Wang L, Cheng HY

Randomized Clinical Trial

Peplau’s interpersonal relationship theory combined with bladder function training on patients with 
prostate cancer

2792

Yang XH, Wu LF, Yan XY, Zhou Y, Liu X

SYSTEMATIC REVIEWS

Efficacy of bone grafts in jaw cystic lesions: A systematic review2801

Wang J, Yao QY, Zhu HY

CASE REPORT

Short stature associated with a novel mutation in the aggrecan gene: A case report and literature review2811

Yin LP, Zheng HX, Zhu H

Treatment with sorafenib plus camrelizumab after splenectomy for primary splenic angiosarcoma with 
liver metastasis: A case report and literature review

2818

Pan D, Li TP, Xiong JH, Wang SB, Chen YX, Li JF, Xiao Q

Sarcomatoid intrahepatic cholangiocarcinoma with good patient prognosis after treatment with Huaier 
granules following hepatectomy: A case report

2829

Feng JY, Li XP, Wu ZY, Ying LP, Xin C, Dai ZZ, Shen Y, Wu YF

Sequential occurrence of T790M mutation and small cell lung cancer transformation in EGFR-positive lung 
adenocarcinoma: A case report

2836

Hong E, Chen XE, Mao J, Zhou JJ, Chen L, Xu JY, Tao W

Early diagnosis of Gitelman syndrome in a young child: A case report 2844

Wu CY, Tsai MH, Chen CC, Kao CH

Congenital intestinal malrotation with gastric wall defects causing extensive gut necrosis and short gut 
syndrome: A case report

2851

Wang Y, Gu Y, Ma D, Guo WX, Zhang YF

Delusional parasitosis as premotor symptom of parkinson’s disease: A case report2858

Oh M, Kim JW, Lee SM



WJCC https://www.wjgnet.com III March 26, 2022 Volume 10 Issue 9

World Journal of Clinical Cases
Contents

Thrice Monthly Volume 10 Number 9 March 26, 2022

Laninamivir-induced ischemic enterocolitis: A case report2864

Suzuki C, Kenzaka T

Intramural pregnancy after in vitro fertilization and embryo transfer: A case report2871

Xie QJ, Li X, Ni DY, Ji H, Zhao C, Ling XF

Bilateral ureteral reimplantation in a patient with an intraperitoneal ectopic bipenis: A case report2878

Jia YT, Shi BL, Zhang J, Li YY, Zhu J

Lumbar disc sequestration mimicking a tumor: Report of four cases and a literature review2883

Li ST, Zhang T, Shi XW, Liu H, Yang CW, Zhen P, Li SK

Parasitic leiomyoma in the trocar site after laparoscopic myomectomy: A case report2895

Roh CK, Kwon HJ, Jung MJ

Giant nontraumatic myositis ossificans in a child: A case report2901

Xia AN, Wang JS

Paradoxical carbon dioxide embolism during laparoscopic hepatectomy without intracardiac shunt: A case 
report

2908

Jeon S, Hong JM, Lee HJ, Kim Y, Kang H, Hwang BY, Lee D, Jung YH

Local hyperthermia combined with chemotherapy for the treatment of multiple recurrences of 
undifferentiated pleomorphic sarcoma: A case report

2916

Zhou YT, Wang RY, Zhang Y, Li DY, Yu J

Acute coronary artery stent thrombosis caused by a spasm: A case report2923

Meng LP, Wang P, Peng F

Turner syndrome with primary myelofibrosis, cirrhosis and ovarian cystic mass: A case report2931

Xu LW, Su YZ, Tao HF

Esophageal myoepithelial carcinoma: Four case reports2938

Lu H, Zhao HP, Liu YY, Yu J, Wang R, Gao JB

Ipsilateral hemifacial microsomia with dextrocardia and pulmonary hypoplasia: A case report 2948

Guo R, Chang SH, Wang BQ, Zhang QG

Upper gastrointestinal bleeding from a Mallory-Weiss tear associated with transesophageal 
echocardiography during successful cardiopulmonary resuscitation: A case report

2954

Tang MM, Fang DF, Liu B

Malignant struma ovarii with papillary carcinoma combined with retroperitoneal lymph node metastasis: 
A case report

2961

Xiao W, Zhou JR, Chen D



WJCC https://www.wjgnet.com IX March 26, 2022 Volume 10 Issue 9

World Journal of Clinical Cases
Contents

Thrice Monthly Volume 10 Number 9 March 26, 2022

Occult colon cancer with sepsis as the primary manifestation identified by bone marrow puncture: A case 
report

2969

Wang HJ, Zhou CJ



WJCC https://www.wjgnet.com X March 26, 2022 Volume 10 Issue 9

World Journal of Clinical Cases
Contents

Thrice Monthly Volume 10 Number 9 March 26, 2022

ABOUT COVER

Editorial Board Member of World Journal of Clinical Cases, Arunchai Chang, MD, Assistant Professor, Lecturer, Staff 
Physician, Division of Gastroenterology, Department of Internal Medicine, Hatyai Hospital, Hatyai 90110, 
Songkhla, Thailand. busmdcu58@gmail.com

AIMS AND SCOPE

The primary aim of World Journal of Clinical Cases (WJCC, World J Clin Cases) is to provide scholars and readers from 
various fields of clinical medicine with a platform to publish high-quality clinical research articles and 
communicate their research findings online.  
      WJCC mainly publishes articles reporting research results and findings obtained in the field of clinical medicine 
and covering a wide range of topics, including case control studies, retrospective cohort studies, retrospective 
studies, clinical trials studies, observational studies, prospective studies, randomized controlled trials, randomized 
clinical trials, systematic reviews, meta-analysis, and case reports.

INDEXING/ABSTRACTING

The WJCC is now indexed in Science Citation Index Expanded (also known as SciSearch®), Journal Citation 
Reports/Science Edition, Scopus, PubMed, and PubMed Central. The 2021 Edition of Journal Citation Reports® 
cites the 2020 impact factor (IF) for WJCC as 1.337; IF without journal self cites: 1.301; 5-year IF: 1.742; Journal 
Citation Indicator: 0.33; Ranking: 119 among 169 journals in medicine, general and internal; and Quartile category: 
Q3. The WJCC's CiteScore for 2020 is 0.8 and Scopus CiteScore rank 2020: General Medicine is 493/793.

RESPONSIBLE EDITORS FOR THIS ISSUE

Production Editor: Ying-Yi Yuan; Production Department Director: Xiang Li; Editorial Office Director: Jin-Lei Wang.

NAME OF JOURNAL INSTRUCTIONS TO AUTHORS

World Journal of Clinical Cases https://www.wjgnet.com/bpg/gerinfo/204

ISSN GUIDELINES FOR ETHICS DOCUMENTS

ISSN 2307-8960 (online) https://www.wjgnet.com/bpg/GerInfo/287

LAUNCH DATE GUIDELINES FOR NON-NATIVE SPEAKERS OF ENGLISH

April 16, 2013 https://www.wjgnet.com/bpg/gerinfo/240

FREQUENCY PUBLICATION ETHICS

Thrice Monthly https://www.wjgnet.com/bpg/GerInfo/288

EDITORS-IN-CHIEF PUBLICATION MISCONDUCT

Bao-Gan Peng, Jerzy Tadeusz Chudek, George Kontogeorgos, Maurizio Serati, Ja 
Hyeon Ku

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

EDITORIAL BOARD MEMBERS ARTICLE PROCESSING CHARGE

https://www.wjgnet.com/2307-8960/editorialboard.htm https://www.wjgnet.com/bpg/gerinfo/242

PUBLICATION DATE STEPS FOR SUBMITTING MANUSCRIPTS

March 26, 2022 https://www.wjgnet.com/bpg/GerInfo/239

COPYRIGHT ONLINE SUBMISSION

© 2022 Baishideng Publishing Group Inc https://www.f6publishing.com

© 2022 Baishideng Publishing Group Inc. All rights reserved. 7041 Koll Center Parkway, Suite 160, Pleasanton, CA 94566, USA

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

https://www.wjgnet.com/bpg/gerinfo/204
https://www.wjgnet.com/bpg/GerInfo/287
https://www.wjgnet.com/bpg/gerinfo/240
https://www.wjgnet.com/bpg/GerInfo/288
https://www.wjgnet.com/bpg/gerinfo/208
https://www.wjgnet.com/2307-8960/editorialboard.htm
https://www.wjgnet.com/bpg/gerinfo/242
https://www.wjgnet.com/bpg/GerInfo/239
https://www.f6publishing.com
mailto:bpgoffice@wjgnet.com
https://www.wjgnet.com


WJCC https://www.wjgnet.com 2829 March 26, 2022 Volume 10 Issue 9

World Journal of 

Clinical CasesW J C C
Submit a Manuscript: https://www.f6publishing.com World J Clin Cases 2022 March 26; 10(9): 2829-2835

DOI: 10.12998/wjcc.v10.i9.2829 ISSN 2307-8960 (online)

CASE REPORT

Sarcomatoid intrahepatic cholangiocarcinoma with good patient 
prognosis after treatment with Huaier granules following 
hepatectomy: A case report

Ji-Ye Feng, Xian-Peng Li, Zong-Yang Wu, Li-Ping Ying, Chang Xin, Zhen-Zhen Dai, Yao Shen, Yi-Feng Wu

Specialty type: Medicine, research 
and experimental

Provenance and peer review: 
Unsolicited article; Externally peer 
reviewed.

Peer-review model: Single blind

Peer-review report’s scientific 
quality classification
Grade A (Excellent): 0 
Grade B (Very good): B 
Grade C (Good): C, C 
Grade D (Fair): D 
Grade E (Poor): 0

P-Reviewer: Gencdal G, Gupta R, 
Ozdemir F, Shrestha A

Received: August 10, 2021 
Peer-review started: August 10, 
2021 
First decision: December 1, 2021 
Revised: December 6, 2021 
Accepted: February 19, 2022 
Article in press: February 19, 2022 
Published online: March 26, 2022

Ji-Ye Feng, Zong-Yang Wu, Li-Ping Ying, Chang Xin, Yi-Feng Wu, Department of Hepatobiliary & 
Pancreas Surgery, The Affiliated People’s Hospital of Ningbo University, Ningbo 315040, 
Zhejiang Province, China

Xian-Peng Li, Department of Infectious Disease, The Affiliated People’s Hospital of Ningbo 
University, Ningbo 315040, Zhejiang Province, China

Zhen-Zhen Dai, Department of Pathology, The Affiliated People’s Hospital of Ningbo 
University, Ningbo 315040, Zhejiang Province, China

Yao Shen, Department of Radiology, The Affiliated People’s Hospital of Ningbo University, 
Ningbo 315040, Zhejiang Province, China

Corresponding author: Yi-Feng Wu, MD, PhD, Chief Doctor, Department of Hepatobiliary & 
Pancreas Surgery, The Affiliated People’s Hospital of Ningbo University, No. 251 Baizhang 
Road, Ningbo 315040, Zhejiang Province, China. wyf5495@163.com

Abstract
BACKGROUND 
Sarcomatoid intrahepatic cholangiocarcinoma (SICC) is an extremely rare and 
highly invasive malignant tumor of the liver. The precise pathologic mechanism 
of SICC has not been clearly identified, and the prognosis is very poor. The effect-
iveness of the treatment strategy of radical hepatectomy combined with Huaier 
granules has not yet been reported.

CASE SUMMARY 
The patient was a 69-year-old male who presented with intermittent right upper 
abdominal pain for one month and 4-pound weight loss before admission. 
Abdominal magnetic resonance imaging and magnetic resonance cholangiopan-
creatography showed multiple stones in the bile ducts accompanied by dilatation 
of the intrahepatic and extrahepatic bile ducts. The preoperative diagnoses were 
right intrahepatic bile duct stones and extrahepatic bile duct stones; thus, surgical 
resection was performed. Choledochoscopy showed that the bile duct wall of the 
right anterior lobe was thickened, and a mass was visible in the duct. Then, a 
biopsy was performed, and rapid frozen-section biopsy analysis indicated that the 
tumor was malignant. The final diagnosis was SICC (T1aN0M0). Huaier granules 
were taken by the patient as anticancer therapy after surgery. The patient 
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attended follow-up for 72 mo with no tumor recurrence or metastasis.

CONCLUSION 
Sarcomatous intrahepatic cholangiocarcinoma is an extremely rare, aggressive malignancy, and 
the diagnostic gold standard is pathological diagnosis. We reported the first case of successful 
treatment with Huaier granules as anticancer therapy after surgery, which indicated that Huaier 
granules are safe and effective. Further studies are needed to study the anticancer molecular 
mechanisms of Huaier granules in sarcomatous intrahepatic cholangiocarcinoma.

Key Words: Sarcomatous intrahepatic cholangiocarcinoma; Hepatectomy; Huaier granules; Diagnose; 
Therapy; Case report

©The Author(s) 2022. Published by Baishideng Publishing Group Inc. All rights reserved.

Core Tip: Sarcomatoid intrahepatic cholangiocarcinoma (SICC) is an extremely rare and highly invasive 
malignant tumor of the liver. The precise pathologic mechanism of SICC has not been clearly identified, 
and the prognosis is very poor. The effectiveness of the treatment strategy of radical hepatectomy 
combined with Huaier granules has not yet been reported. A 69-year-old male with long-term use of 
Huaier granules for anticancer therapy postoperation achieved long-term survival with no tumor 
recurrence or metastasis. We reported the first case of successful treatment with Huaier granules as an 
adjuvant treatment after surgery and demonstrated that Huaier granules are safe and effective.

Citation: Feng JY, Li XP, Wu ZY, Ying LP, Xin C, Dai ZZ, Shen Y, Wu YF. Sarcomatoid intrahepatic 
cholangiocarcinoma with good patient prognosis after treatment with Huaier granules following hepatectomy: A 
case report. World J Clin Cases 2022; 10(9): 2829-2835
URL: https://www.wjgnet.com/2307-8960/full/v10/i9/2829.htm
DOI: https://dx.doi.org/10.12998/wjcc.v10.i9.2829

INTRODUCTION
Sarcomatoid intrahepatic cholangiocarcinoma (SICC) is rare and has only been reported sporadically 
worldwide, mainly in individual case reports[1]. The precise pathologic mechanism of SICC has not 
been clearly identified, and the prognosis is poor, with a median survival period of only 6-11 mo[2]. 
Surgical resection is recommended as the main treatment option[3]; however, patients still have a 
relatively poor prognosis due to the challenging diagnosis and frequent metastasis to other organs or 
invasion of adjacent vasculature[4]. Here, we present the first case of a patient with SICC successfully 
treated with Huaier granules as an adjuvant treatment after surgery.

CASE PRESENTATION
Chief complaints
Intermittent right upper abdominal pain for one month and 4-pound weight loss.

History of present illness
The patient was a 69-year-old Chinese man admitted to the hospital in December 2014 due to 
intermittent right upper abdominal pain for one month and 4-pound weight loss. The preoperative 
diagnoses were right intrahepatic bile duct stones, extrahepatic bile duct stones and 
postcholecystectomy status; thus, surgical resection was performed. During the operation, no space-
occupying lesions of the liver or related swollen lymph nodes were found. Choledochoscopy showed 
that the bile duct wall of the right anterior lobe was thickened, and a mass was visible in the duct 
(Figure 1A and B). In addition, a biopsy was performed, and rapid frozen-section biopsy analysis 
indicated that the tumor was malignant. Thus, we diagnosed the patient with a malignant liver tumor 
and performed right hepatectomy combined with regional lymphadenectomy. The operative time was 
four and a half hours, the intraoperative blood loss during the operation was 300 mL, and the duration 
of hospital stay after surgery was 16 d. Histopathological examination of the liver tissue (Figure 2) 
showed the existence of an SICC (1.5 cm × 1.5 cm). No evidence of cancer infiltration was found at the 
margin of the hepatectomy, in the nerves, or in the vessels. The tumor stage was T1aN0M0 based on the 
7th edition of the American Joint Committee on Cancer TNM staging system.

https://www.wjgnet.com/2307-8960/full/v10/i9/2829.htm
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Figure 1 Magnetic resonance imaging findings and intraoperative choledochoscopy images of the patients. A and B: Choledochoscopy showed 
a mass in the bile duct of the right anterior lobe during operation; C: Magnetic resonance cholangiopancreatography showed extrahepatic bile duct stones with bile 
duct dilatation before surgery; D: T2-weighted image showed intrahepatic bile duct stones with bile duct dilatation before surgery; E and F: T2-weighted image and 
diffusion-weighted imaging showed no tumor recurrence in the liver 72 mo after surgery.

History of past illness
Cholecystectomy had been performed at another hospital 5 years prior for gallbladder stones with 
cholecystitis.

Physical examination
Physical examination showed a soft abdomen and tenderness in the right upper abdomen, no rebound 
pain, and no abdominal mass or swollen lymph nodes.

Laboratory examinations
The data obtained by serological examination were as follows: A white blood cell count of 8.2 × 109/L 
[normal range: (4-10) × 109/L], with 69.8% neutrophils; a hemoglobin level of 129 g/L (normal range: 
130-175 g/L); a platelet count of 303 × 109/L [normal range: (125-350) × 109/L]; an albumin level of 39.3 
g/L (normal range: 40-55.0 g/L); a globulin level of 21.2 g/L (normal range: 20-40 g/L); an alanine 
aminotransferase concentration of 135 U/L (normal range: 9-50 U/L); an aspartate aminotransferase 
concentration of 85 U/L (normal range: 15-40 U/L); a total bilirubin level of 69.7 μmol/L (normal range: 
3.4-17.1 μmol/L); a direct bilirubin level of 30.4 μmol/L (normal range: 1.7-6.8 μmol/L); an HBsAg level 
of 0.352 COI (< 1.000); an HBsAb level of 5.23 IU/L (2-10iu/L); an HBeAg level of 0.095 COI (< 1.000); 
hepatitis C antibody IgG was negative; an α-fetoprotein concentration of 1.83 ng/mL (normal range: < 9 
ng/mL); a carcinoembryonic antigen level of 1.88 ng/mL (normal range: < 5 ng/mL); and a serum 
carbohydrate antigen (CA) level of 19-9 of 89.6 U/mL (normal range: < 35 U/mL). Immunohisto-
chemical staining showed that atypical cells in the tumor were positive for pan-cytokeratin (pan-CK) 
and vimentin but negative for hepatocyte paraffin 1 (HepPar-1).

Imaging examinations
Abdominal magnetic resonance imaging (MRI) and Magnetic resonance cholangiopancreatography 
(MRCP) showed multiple stones in the bile ducts accompanied by dilatation of the intrahepatic and 
extrahepatic bile ducts (Figure 1C and D). Abdominal ultrasound showed moderate echogenicity in the 
right lobe of the liver, suggesting inflammatory changes.



Feng JY et al. SICC with good patient prognosis

WJCC https://www.wjgnet.com 2832 March 26, 2022 Volume 10 Issue 9

Figure 2 Histological characteristics and immunohistochemical images of the described patient with sarcomatoid intrahepatic 
cholangiocarcinoma. A and B: The tumor consists of poorly differentiated intrahepatic cholangiocarcinoma (right) and spindle cells as the sarcomatoid 
component (left), which are intermingled (H&E stain, 40 × and 100 ×, respectively); C: Immunohistochemical staining showed sarcomatoid components stained with 
diffuse vimentin (vimentin staining, 200 ×); D: Immunohistochemistry showed positive expression of cytokeratin 19 (CK19) in cholangiocarcinoma cells (CK19 
staining, 200 ×); E: Immunohistochemistry showed positive expression of pan-CK in cholangiocarcinoma cells (pan-CK staining, 200 ×); F: Immunohistochemistry 
showed negative expression of hepatocyte paraffin 1 (HepPar-1) in the cells (HepPar-1 staining, 200 ×). iCCA: Intrahepatic cholangiocarcinoma; H&E: Hematoxylin 
and eosin; CK19: Cytokeratin 19; pan-CK: Pan-cytokeratin; HepPar1: Hepatocyte paraffin 1.

FINAL DIAGNOSIS
Sarcomatoid intrahepatic cholangiocarcinoma, SICC (T1aN0M0); right intrahepatic bile duct stones; 
extrahepatic bile duct stones; and postcholecystectomy status.

TREATMENT
Surgery: Right hepatectomy combined with regional lymphadenectomy. After surgery, the patient had 
been taking Huaier granules (20 g tid po) as anticancer therapy until now.
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OUTCOME AND FOLLOW-UP
Routine follow-up was sustained in the surgical clinic, and no other emerging lesions were discovered 
in the liver. The patient has now attended follow-up for 72 mo, and no tumor recurrence or metastasis 
has been observed (Figure 1E and F).

DISCUSSION
SICC is an extremely rare histological subtype of intrahepatic cholangiocarcinoma (ICC), accounting for 
4.5% of ICCs[1] and less than 1% of hepatobiliary system malignancies[4]. Fewer than 45 cases have 
been reported in the English literature[2]. SICC is defined by the World Health Organization as cholan-
giocarcinoma with spindle cell areas resembling spindle cell sarcoma or fibrosarcoma or with features of 
malignant fibrous histiocytoma[5]. Researchers have hypothesized that anticancer therapy, such as 
transcatheter arterial chemoembolization and radiation therapy, might cause the evolution of 
sarcomatoid changes or promote the transformation of epithelial cells into sarcoma cells in sarcomatous 
hepatocellular carcinoma[3]. In contrast, there are no reports regarding the relationship between SICC 
and anticancer therapy[6]. In addition, sarcomatoid changes in cholangiocellular carcinoma are believed 
to be due to the natural progression of the disease[3,7], but the precise pathological mechanism that 
leads to SICC has not been fully elucidated. In our case, the inflammatory irritation caused by bile duct 
stones may be the main reason. SICC has no specific clinical features and can often be asymptomatic 
until it becomes large or combined with intrahepatic and extrahepatic bile duct stones[8]. SICC 
produces nonspecific symptoms or signs, such as abdominal pain, fever, abdominal mass, nausea, 
vomiting, fatigue, weight loss, and, rarely, acute intra-abdominal bleeding secondary to tumor rupture. 
Abdominal pain and fever are the most common symptoms[8]. In our study, the patient presented with 
abdominal pain as the primary symptom, consistent with previous reports in the literature, which may 
be related to biliary infection caused by intrahepatic and extrahepatic biliary stones.

Radiological imaging of SICC has been described to show an enlarged, low-density lesion, with a 
clear or unclear mass, sometimes with intratumor hemorrhage[9], which are common characteristics 
similar to ordinary ICC. In addition, serological tumor markers, such as CA19-9, carcinoembryonic 
antigen, and alpha-fetoprotein levels, were negative or low in SICC according to previous studies[4,8] 
and may also not be sufficient to diagnose SICC. Therefore, the definitive diagnosis of SICC can only be 
determined by biopsy and is dependent on histopathological and immunohistochemical examinations.

The histopathological features of SICC indicate the coexistence of adenocarcinoma cells with differen-
tiated sarcomatoid cells, which are spindle-shaped, round-shaped or oval-shaped and arranged in 
bundles or weaves. Immunohistochemical staining of the tumors is positive for both epithelial cholan-
giogenic tumor markers (pan-CK, CK19, CK8) and the mesenchymal tumor marker vimentin and 
negative for HepPar-1, which is used to distinguish HCC from cholangiocarcinoma and metastatic 
carcinoma[6,10]. In our case, pan-CK, CK19 and vimentin were positive, and HepPar-1 was negative, 
which was similar to the results described in previous reports.

The degree of SICC malignancy is significantly higher than that of traditional cholangiocarcinoma. To 
date, no definitive comprehensive treatment for SICC is available, but radical liver resection is generally 
recommended as the first treatment option, and patients with SICC who undergo surgical resection 
have a significantly higher survival rate than those who do not[3,10]. Therefore, complete resection of 
the tumor, such as regular hepatic lobectomy, hemihepatectomy and trisegmentectomy, may result in a 
satisfactory treatment outcome. Malhotra et al[7] reported that postoperative treatment with a 
combination of gemcitabine and cisplatin could improve the prognosis and prolong the survival time of 
patients with SICC to 29 mo after hepatectomy. Gu et al[11] also reported that doxorubicin, Taxol, 
cisplatin, and cyclophosphamide as adjuvant chemotherapy after hepatectomy might prolong the 
survival time of patients with sarcomatoid carcinomas. In contrast, Aghajanian et al[12] described that 
uterine carcinosarcoma was not sufficiently sensitive to the combination of paclitaxel and carboplatin. 
The efficacy of postoperative adjuvant chemotherapy for SICC has not been confirmed.

Huaier granule, the aqueous product of Huaier extract, is a traditional Chinese medicine (TCM) 
approved by the Chinese State Food and Drug Administration (SFDA). Huaier granules are different 
from cytotoxic drugs, target agents, or immune checkpoint inhibitors and can be used alone or in 
combination with chemotherapy or radiation therapy, leading to increased therapeutic effects, 
prolonged recurrence-free survival and reduced recurrence rates in malignant lymphoma, 
osteosarcoma, liver cancer, breast cancer, rectal cancer, lung cancer, pancreatic adenocarcinoma, gastric 
cancer and colon cancer[13,14]. Currently, no therapeutic effect of Huaier granules for SICC has been 
reported. In the case presented here, the patient took Huaier granules as postoperative adjuvant 
treatment without interruption. Postoperative contrast-enhanced computed tomography and contrast-
enhanced MRI showed no tumor recurrence. Routine follow-up was sustained in the surgical clinic, and 
no other emerging lesions were observed in the liver. The patient has now attended follow-up for 72 
mo, and no tumor recurrence or metastasis has been observed. Qi et al[15] reported that Huaier granules 
could inhibit the expression of N-cadherin and vimentin to prevent the metastasis of tumor cells. 
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Additionally, Huaier granules could block the STAT3 signaling pathway by inhibiting STAT3 
activation. This may be the main mechanism underlying the effectiveness of Huaier granules. 
Nevertheless, this was the first study to use Huaier granules as a postoperative adjuvant treatment for 
SICC; the efficacy of Huaier granules remains unclear and needs to be further studied.

CONCLUSION
SICC is an extremely rare, aggressive malignancy, and the diagnostic gold standard is pathological 
diagnosis. We reported the first case of successful treatment with Huaier granules as anticancer therapy 
after surgery, which indicated that Huaier granules are safe and effective. Further research is needed to 
study the anticancer molecular mechanisms of Huaier granules in sarcomatous intrahepatic cholan-
giocarcinoma.
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