
World Journal of
Clinical Cases

ISSN 2307-8960 (online)

World J Clin Cases  2024 April 6; 12(10): 1714-1856

Published by Baishideng Publishing Group Inc



WJCC https://www.wjgnet.com I April 6, 2024 Volume 12 Issue 10

World Journal of 

Clinical CasesW J C C
Contents Thrice Monthly Volume 12 Number 10 April 6, 2024

EDITORIAL

Pitfalls in internal jugular vein cannulation1714

Nag DS, Swain A, Sahu S, Swain BP, Sam M

MINIREVIEWS

Discontinuation of therapy in inflammatory bowel disease: Current views1718

Meštrović A, Kumric M, Bozic J

ORIGINAL ARTICLE

Retrospective Study

Two-stage extraction by partial grinding of impacted mandibular third molar in close proximity to the 
inferior alveolar nerve

1728

Luo GM, Yao ZS, Huang WX, Zou LY, Yang Y

Clinical efficacy of femtosecond laser-assisted phacoemulsification in diabetic cataract patients1733

Tang YF, Duan ZH

Impact of transcranial electrical stimulation on serum neurotrophic factors and language function in 
patients with speech disorders

1742

Sun L, Xiao K, Shen XY, Wang S

Clinical and Translational Research

Identification of marker genes associated with N6-methyladenosine and autophagy in ulcerative colitis1750

Liu XY, Qiao D, Zhang YL, Liu ZX, Chen YL, Que RY, Cao HY, Dai YC

CASE REPORT

Demyelinating neuropathy in patients with hepatitis B virus: A case report1766

Yan XX, Huang J, Lin J

Successful treatment of Purpureocillium lilacinum pulmonary infection with isavuconazole: A case report1772

Yang XL, Zhang JY, Ren JM

Cellular angiofibroma arising from the rectocutaneous fistula in an adult: A case report1778

Chen HE, Lu YY, Su RY, Wang HH, Chen CY, Hu JM, Kang JC, Lin KH, Pu TW

Jaffe-Campanacci syndrome resulted in amputation: A case report1785

Jiang J, Liu M



WJCC https://www.wjgnet.com II April 6, 2024 Volume 12 Issue 10

World Journal of Clinical Cases
Contents

Thrice Monthly Volume 12 Number 10 April 6, 2024

Paradoxical herniation associated with hyperbaric oxygen therapy after decompressive craniectomy: A 
case report

1793

Ye ZX, Fu XX, Wu YZ, Lin L, Xie LQ, Hu YL, Zhou Y, You ZG, Lin H

Subdural effusion associated with COVID-19 encephalopathy: A case report1799

Xue ZY, Xiao ZL, Cheng M, Xiang T, Wu XL, Ai QL, Wu YL, Yang T

Cemented vertebra and adjacent vertebra refractured in a chronic kidney disease-mineral and bone 
disorder patient: A case report

1804

Zhang TD, Cao S, Ren HY, Li YM, Yuan YM

Idiopathic mesenteric phlebosclerosis missed by a radiologist at initial diagnosis: A case report1810

Wang M, Wan YX, Liao JW, Xiong F

Gallbladder carcinosarcoma with a poor prognosis: A case report1817

Dai Y, Meng M, Luo QZ, Liu YJ, Xiao F, Wang CH

Unique method for removal of knotted lumbar epidural catheter: A case report1824

Deng NH, Chen XC, Quan SB

Moyamoya syndrome may result from psoriasis: Four case reports1830

Chen ZY, Yu XQ, Xiang YY, Liu LH, Yin XP

Thoracic spinal cord injury and paraplegia caused by intradural cement leakage after percutaneous 
kyphoplasty: A case report

1837

Mao Z, Xiong ZH, Li JF

Panhypopituitarism caused by a suprasellar germinoma: A case report1844

Roganovic J, Saric L, Segulja S, Dordevic A, Radosevic M

Can we triumph over locally advanced cervical cancer with colossal para-aortic lymph nodes? A case 
report

1851

Alzibdeh A, Mohamad I, Wahbeh L, Abuhijlih R, Abuhijla F



WJCC https://www.wjgnet.com III April 6, 2024 Volume 12 Issue 10

World Journal of Clinical Cases
Contents

Thrice Monthly Volume 12 Number 10 April 6, 2024

ABOUT COVER

Peer Reviewer of World Journal of Clinical Cases, Sanjeet Singh Avtaar Singh, MBChB, MSc, PhD, Department of 
Cardiothoracic Surgery, Royal Infirmary of Edinburgh, Edinburgh EH16 4SA, United Kingdom.  
sanjeetsinghtoor@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 abstracted and indexed in Science Citation Index Expanded (SCIE, also known as SciSearch®), 
Journal Citation Reports/Science Edition, Current Contents®/Clinical Medicine, PubMed, PubMed Central, 
Reference Citation Analysis, China Science and Technology Journal Database, and Superstar Journals Database. 
The 2023 Edition of Journal Citation Reports® cites the 2022 impact factor (IF) for WJCC as 1.1; IF without journal 
self cites: 1.1; 5-year IF: 1.3; Journal Citation Indicator: 0.26; Ranking: 133 among 167 journals in medicine, general 
and internal; and Quartile category: Q4.

RESPONSIBLE EDITORS FOR THIS ISSUE

Production Editor: Si Zhao; Production Department Director: Xu Guo; Cover Editor: 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, Salim Surani, Jerzy Tadeusz Chudek, George Kontogeorgos, 
Maurizio Serati

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

April 6, 2024 https://www.wjgnet.com/bpg/GerInfo/239

COPYRIGHT ONLINE SUBMISSION

© 2024 Baishideng Publishing Group Inc https://www.f6publishing.com

© 2024 Baishideng Publishing Group Inc. All rights reserved. 7041 Koll Center Parkway, Suite 160, Pleasanton, CA 94566, USA

E-mail: office@baishideng.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:office@baishideng.com
https://www.wjgnet.com


WJCC https://www.wjgnet.com 1778 April 6, 2024 Volume 12 Issue 10

World Journal of 

Clinical CasesW J C C
Submit a Manuscript: https://www.f6publishing.com World J Clin Cases 2024 April 6; 12(10): 1778-1784

DOI: 10.12998/wjcc.v12.i10.1778 ISSN 2307-8960 (online)

CASE REPORT

Cellular angiofibroma arising from the rectocutaneous fistula in an 
adult: A case report

Hao-En Chen, Yu-Yang Lu, Ruei-Yu Su, Hong-Hau Wang, Chao-Yang Chen, Je-Ming Hu, Jung-Cheng Kang, 
Kuan-Hsun Lin, Ta-Wei Pu

Specialty type: Gastroenterology 
and hepatology

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, C 
Grade D (Fair): 0 
Grade E (Poor): 0

P-Reviewer: Han J, China; Zhang 
HZ, China; Zheng L, China

Received: November 2, 2023 
Peer-review started: November 2, 
2023 
First decision: January 15, 2024 
Revised: February 3, 2024 
Accepted: March 5, 2024 
Article in press: March 5, 2024 
Published online: April 6, 2024

Hao-En Chen, Department of Surgery, Taichung Armed Forces General Hospital, Taichung 411, 
Taiwan

Hao-En Chen, Department of Surgery, Tri-Service General Hospital, National Defense Medical 
Center, Taipei 114, Taiwan

Yu-Yang Lu, Department of Pediatrics, Tri-Service General Hospital, National Defense Medical 
Center, Taipei 114, Taiwan

Ruei-Yu Su, Department of Pathology, Tri-Service General Hospital, National Defense Medical 
Center, Taipei 105, Taiwan

Ruei-Yu Su, Department of Pathology and Laboratory Medicine, Taoyuan Armed Forces 
General Hospital, Taoyuan 32551, Taiwan

Hong-Hau Wang, Department of Radiology, Tri-Service General Hospital Songshan Branch, 
National Defense Medical Center, Taipei 105, Taiwan

Chao-Yang Chen, Je-Ming Hu, Division of Colon and Rectal Surgery, Department of Surgery, 
Tri-Service General Hospital, National Defense Medical Center, Taipei 114, Taiwan

Jung-Cheng Kang, Division of Colon and Rectal Surgery, Department of Surgery, Taiwan 
Adventist Hospital, Taipei 105, Taiwan

Kuan-Hsun Lin, Division of Thoracic Surgery, Department of Surgery, Tri-Service General 
Hospital, National Defense Medical Center, Taipei 114, Taiwan

Ta-Wei Pu, Division of Colon and Rectal Surgery, Department of Surgery, Tri-Service General 
Hospital Songshan Branch, National Defense Medical Center, Taipei 105, Taiwan

Corresponding author: Ta-Wei Pu, MD, Lecturer, Division of Colon and Rectal Surgery, De-
partment of Surgery, Tri-Service General Hospital Songshan Branch, National Defense Medical 
Center, No. 131 Jiankang Road, Taipei 105, Taiwan. tawei0131@gmail.com

Abstract
BACKGROUND 
Rectocutaneous fistulae are common. The infection originates within the anal 
glands and subsequently extends into adjacent regions, ultimately resulting in 
fistula development. Cellular angiofibroma (CAF), also known as an angiomy-
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ofibroblastoma-like tumor, is a rare benign soft tissue neoplasm predominantly observed in the scrotum, perineum, 
and inguinal area in males and in the vulva in females. We describe the first documented case CAF that developed 
within a rectocutaneous fistula and manifested as a perineal mass.

CASE SUMMARY 
In the outpatient setting, a 52-year-old male patient presented with a 2-year history of a growing perineal mass, 
accompanied by throbbing pain and minor scrotal abrasion. Physical examination revealed a soft, well-defined, 
non-tender mass at the left buttock that extended towards the perineum, without a visible opening. The initial 
assessment identified a soft tissue tumor, and the laboratory data were within normal ranges. Abdominal and 
pelvic computed tomography (CT) revealed swelling of the abscess cavity that was linked to a rectal cutaneous 
fistula, with a track-like lesion measuring 6 cm × 0.7 cm in the left perineal region and attached to the left rectum. 
Rectoscope examination found no significant inner orifices. A left medial gluteal incision revealed a thick-walled 
mass, which was excised along with the extending tract, and curettage was performed. Histopathological 
examination confirmed CAF diagnosis. The patient achieved total resolution during follow-up assessments and did 
not require additional hospitalization.

CONCLUSION 
CT imaging supports perineal lesion diagnosis and management. Perineal angiofibromas, even with a cutaneous 
fistula, can be excised transperineally.

Key Words: Angiofibroma; Perineal mass; Rectocutaneous fistula; Anorectal fistula; Anal fistula; Case report

©The Author(s) 2024. Published by Baishideng Publishing Group Inc. All rights reserved.

Core Tip: Although uncommon, certain typical clinical conditions, such as rectal cutaneous fistulas, may manifest in complex 
presentations, as demonstrated in this patient. Notably, recurrence and complications such as incontinence are frequently 
associated with complex fistulas and incomplete mapping. Therefore, establishing a definitive diagnosis through a precise 
mapping of the fistula is imperative before surgical intervention. Computed tomography imaging is useful for detecting, 
understanding and managing perineal lesions. Perineal angiofibromas can be removed via transperineal excision, even if 
linked to a rectal cutaneous fistula. In such complex cases, a personalized and careful diagnostic approach is crucial.

Citation: Chen HE, Lu YY, Su RY, Wang HH, Chen CY, Hu JM, Kang JC, Lin KH, Pu TW. Cellular angiofibroma arising from the 
rectocutaneous fistula in an adult: A case report. World J Clin Cases 2024; 12(10): 1778-1784
URL: https://www.wjgnet.com/2307-8960/full/v12/i10/1778.htm
DOI: https://dx.doi.org/10.12998/wjcc.v12.i10.1778

INTRODUCTION
Cellular angiofibroma (CAF), also known as an angiomyofibroblastoma (AMF)-like tumor, is a rare benign soft tissue 
neoplasm that is predominantly observed in the scrotum, perineum, and inguinal area in males and the vulva in females. 
This description was first published by Nucci et al[1] in 1997. Microscopically, CAFs are distinguished by small- to 
medium-sized vessels with hyaline fibrosis and bland spindle cells[2]. The diagnosis of CAF can be challenging, partic-
ularly in cases outside the genital region, where more common pathologies may initially take precedence. Furthermore, 
its pathological attributes are similar to those of other mesenchymal tumors. Thus, immunohistochemistry is instrumental 
in separating CAF from other mesenchymal tumors, including those with the potential for higher aggressiveness[3,4].

Precise diagnosis of perianal fistulas poses an ongoing difficulty for medical professionals. Most often, perianal 
abscesses begin with an infection of the anal gland. Obstructing these glands can result in stagnation, excessive bacterial 
growth, and abscess formation within the intersphincteric groove[5]. Multiple drainage pathways exist for these 
abscesses, the most typical of which involve either downward extension into the anoderm or lateral progression 
involving the external sphincter muscle and extending into the ischiorectal fossa. Less prevalent dissemination patterns 
include expansion into the supralevator space and advancement within the submucosal plane. After abscess drainage, 
whether through surgical intervention or spontaneous resolution, there is the potential for septic foci to persist, and the 
draining tract may undergo epithelialization, giving rise to the development of a chronic anorectal fistula. Approximately 
60% of abscesses eventually result in the formation of a fistula[6].

To date, no description of a CAF derived from a rectal-cutaneous fistula has been reported. Here, we describe the case 
of a 52-year-old man with a CAF that arose from a rectocutaneous fistulous tract that extended to the perineal region.

https://www.wjgnet.com/2307-8960/full/v12/i10/1778.htm
https://dx.doi.org/10.12998/wjcc.v12.i10.1778
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CASE PRESENTATION
Chief complaints
A perineal mass, present for 2 years, that had gradually increased in size over time, causing discomfort.

History of present illness
A 52-year-old Asian man visited the outpatient department for discomfort associated with a perineal mass that he had 
first noticed 2 years prior. Initially, the patient experienced pain but did not seek medical assistance because the recurrent 
condition had a negligible impact on his daily routine. However, the swelling gradually increased, leading to throbbing 
pain and minor scrotal abrasion.

History of past illness
The patient had a medical history of hypertension and dyslipidemia, which were managed with oral medication. He also 
had a surgical history of ureteroscopic lithotripsy 4 years prior and conventional hemorrhoidectomy 10 years prior. The 
patient’s medical history revealed no evidence of underlying abdominal malignancy, inflammatory bowel disease, 
abdominal trauma, or other gastrointestinal disorders.

Personal and family history
No family history of abdominal neoplasms or inflammatory bowel disease was noted, and the patient exhibited regular 
social functioning and self-care abilities.

Physical examination
Vital signs, including blood pressure and body temperature, were within the normal ranges. Physical examination 
revealed a soft, well-defined, non-tender mass at the left buttock tracking towards the patient’s perineum, without a 
visible opening. The preliminary diagnosis indicated a soft tissue tumor.

Laboratory examinations
Laboratory data, including white blood cell count, hemoglobin, neutrophils, lymphocytes, and electrolytes such as so-
dium and potassium, were within the normal range.

Imaging examinations
Computed tomography (CT) of the abdomen and pelvis revealed a swelling of the abscess cavity connected to a rectal 
cutaneous fistula. A track-like lesion (approximately 6 cm × 0.7 cm) was observed between the internal and external anal 
sphincters (Figure 1A). The superior aspect of the lesion was positioned within the intersphincteric plane, and the lower 
part extended into the perineum (Figure 1B). There was no evidence of invasion of the levator ani muscle or muscular 
plane of the gluteus, and the small intestine and mesentery appeared normal.

FINAL DIAGNOSIS
The definitive diagnosis was CAF.

TREATMENT
After bowel preparation using an enema, the patient was transferred to the operating room and placed in the prone 
position under epidural anesthesia. A protruding mass was identified at the 1 o’clock position. An incision was made via 
the left medial gluteal approach, and a thick-walled mass was encountered (Figure 2A). The mass was excised, and the 
identified tract was found to extend medially. The lesion was found to be 5.4 cm × 3.2 cm × 1.8 cm in size, well circum-
scribed, and connected to a track-like tissue (Figure 2B). The tract was assessed via digital examination, and no apparent 
link to the rectum was identified. The tract was then partially excised and curetted, and the skin was closed over a 
Penrose drain (Figure 2C). Histopathological examination of the specimen confirmed findings consistent with CAF. 
Grossly, the specimens were gray and elastic (Figure 3). Microscopically, the section showed tumors with well-circum-
scribed borders that were primarily composed of consistently uniform, short, and spindle-shaped cells within a fibrous 
stroma. The stroma was characterized by the presence of short bundles of delicate collagen fibers and numerous small-to 
medium-sized thick-walled vessels with hyaline and fibrotic vascular walls. The spindle cell component was moderately-
to-highly cellular and was randomly distributed throughout the lesion, occasionally in a fascicular arrangement. The 
tumor cells were immunohistochemically positive for smooth muscle actin, focally positive for estrogen receptor and 
progesterone receptor, and negative for S100, cluster of differentiation 34, and desmin.
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Figure 1 Abdominal and pelvic computed tomography. A: A track-like lesion, approximately 6 cm × 0.7 cm in size (orange arrow) is visible, which appears 
to originate from between the internal and external anal sphincters, with the superior part of the lesion lying in the intersphicteric plan; B: The lower part of the lesion 
(orange arrow) bulged into the perineum.

Figure 2 Surgical findings. A: A thick-walled cavity was discovered, and the communicating tract was identified going medially; B: The thick-walled mass with 
tract-like lesion measured approximately 12 cm in length; C: The skin was closed over a Penrose drain.

OUTCOME AND FOLLOW-UP
The patient had no complications postoperatively and was discharged on the 1st postoperative day. He was instructed to 
continue with routine dressings during the upcoming period, and throughout the 6-mo follow-up period, complete 
resolution of the fistulous tract was observed. The patient expressed satisfaction with the treatment outcome and no 
further hospitalization was necessary.

DISCUSSION
We describe the first documented case of a CAF arising from a rectocutaneous fistula that presented as a perineal mass. 
CAFs are benign mesenchymal tumors that feature spindle cells and conspicuous stromal blood vessels. This condition 
most frequently occurs in the inguinoscrotal or vulvovaginal regions, and the tumors exhibit the highest frequency in 
women during the fifth decade of life, whereas men are typically affected in their seventh decade[7]. The differential 
diagnosis of this neoplasm is broad and encompasses epithelioid leiomyoma, CAF, aggressive angiomyxoma, and AMF. 
In a series of 51 patients, extragenital CAF was discovered in locations that include the vulva-vagina, inguinal-scrota, 
retroperitoneum, and urethra, and the rectal-cutaneous fistula stie has not been reported previously[8]. In our study, the 
unusual tumor site posed considerable diagnostic challenges during the preoperative evaluation and management of the 
patient.
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Figure 3 Pathological findings. A: Grossly, the excised tumors were gray and elastic; B: Cellular angiofibroma displayed numerous thick-walled blood vessels 
with wall hyalinization (hematoxylin and eosin [H&E] 40 ×); C: The stroma contained small uniform short spindle-shaped cells with fusiform nuclei and pale indistinct 
cytoplasm (H&E 400 ×); D: Immunohistochemistry was positive for smooth muscle actin; E: Immunohistochemistry of the estrogen receptor showed focal positivity; F: 
Immunohistochemistry of the progesterone receptor showed focal positivity.

The presence of a rectal cutaneous fistula reflects the chronic state of an ongoing perianal infection. It commonly 
presents as a granulating channel that develops between the anorectal and perianal regions or perineum. The onset of 
most fistulas is attributed to anorectal abscesses, and fistula development often occurs when an abscess drains spontan-
eously. Anal fistulas are predominantly caused by infected anal glands in more than 90% of patients that create pathways 
for the infection to traverse the anal lumen into the deep sphincter muscles, leading to chronic continuous perianal 
infection. The infection can gain access to the wall of the anal canal by passing through a fissure or another type of 
wound. Once established, fecal content usually maintains the patency of the infected tract[9]. A typical fistula comprises a 
passageway with both a primary (internal) entrance and a secondary (external) exit.

Rectal cutaneous fistulas are characterized by the continuous or sporadic release of purulent, mucous, or bloody dis-
charge. When there is an intersphincteric extension or mechanical obstruction due to swelling, patients may have 
difficulty sitting and encounter hindrances during defecation[10]. It is usually transformed by perianorectal abscesses and 
is closely associated with perianal trauma, tuberculosis, malignancy, Crohn’s disease, and radiation proctitis. Classi-
fication of the fistula route and its relationship to the anal sphincters has been established by CT or magnetic resonance 
imaging (MRI), which depict different anatomical locations. The classification system introduced by Parks et al[11] in 
1976, which sorts anorectal fistulas into intersphincteric, transsphincteric, suprasphincteric, and extrasphincteric 
categories, is the most commonly used and endorsed. This classification accurately describes the anatomical track of the 
fistula and is useful for predicting the complexity of the operative procedure to treat the fistula.

Radiologists have introduced the following alternative grading system for evaluating the outcomes of anorectal 
fistulae, known as the St. James's University Hospital classification, which incorporates axial plane landmarks, abscesses, 
and secondary extensions: 0, normal appearance; 1, simple linear intersphincteric fistula; 2, intersphincteric fistula with 
intersphincteric abscess or secondary fistulous tract; 3, trans-sphincteric fistula; 4, trans-sphincteric fistula with abscess or 
secondary track within the ischioanal or ischiorectal fossa; and 5, supralevator and translevator disease. Grades 1 and 2 
typically lead to favorable outcomes, whereas less favorable results are commonly associated with grades 3–5, which 
often necessitates reoperation due to recurrence[12,13].

Our patient had experienced a perianal mass for a duration of 2 years before seeking medical attention, indicating that 
the formation of the fistulous tract and abscess likely predated this timeframe. Despite the resolution of the abscess, the 
fistulous tract remained intact. Most likely, the CAF emerged over time within the previous abscess cavity, with the 
internal entry of the fistulous tract positioned in the anal canal. The pathogenesis of rectal cutaneous fistulae is well 
established; however, the origin of the CAFs remains unclear. Several hypotheses have been proposed, including the 
possibility of monoallelic deletion of retinoblastoma 1 and forkhead box 1, both of which are located on chromosome 
13q14, a region strongly implicated in disease pathogenesis[14]. As for the potential reasons behind CAF growth within a 
rectocutaneous fistula, we postulate that the presence of this benign mesenchymal tumor in such a specific anatomical 
location may be attributed to the chronic inflammation associated with the fistulous tract. Chronic inflammation is known 
to create a microenvironment that is conducive to tumorigenesis and promote cellular changes and the development of 
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neoplastic lesions[14]. Further research is needed to elucidate the precise mechanisms that link chronic inflammation, 
rectocutaneous fistula, and CAF development.

In the present case, the initial impression on physical examination was a soft tissue mass over the perineum. A rectal-
cutaneous fistula was not diagnosed until CT was performed, and CT is often performed as a first-line examination to 
locate the perineal mass and define its anatomical relationship[15]. In addition to CT, endosonography and MRI can serve 
as diagnostic tools for perianal tumors and rectal cutaneous fistulas[16]. In the present case, the path of the fistulous tract 
within the perianal region was identified on the left side, traversed the intersphincteric area, and extended inferiorly into 
the perineum. Considering that the tract was a rectal-cutaneous fistula accompanied by a soft tissue tumor, total excision 
of the mass with marsupialization was performed. Surgery was initiated through a transperineal incision and tumor 
excision was performed without compromising rectal integrity. The procedure was performed successfully using a 
minimally invasive technique that aimed to achieve permanent closure of the fistula tract without functional impairment. 
While the surgeon may consider flatus incontinence a minor issue, it can be a profound embarrassment for the patient
[12].

Here, we present the case of a patient who was diagnosed with the coexistence of a perianal fistula and CAF, with clear 
margins observed after surgical resection. Notably, CAFs are generally characterized by a benign clinical course and 
exhibit a minimal risk of recurrence at the resection site. Local excision with negative margins is the current standard 
treatment[17]. It necessitates careful consideration of CAF’s growth location, thereby tailoring the surgical approach to 
the specific anatomical site involved. In the context of a retrospective study of patients with a vulvovaginal CAF[18], 
urinary catheterization was employed during the excision procedure to ensure the safety of the patients and prevent 
urethral injury. When dealing with CAF growth within a rectocutaneous fistula, unlike vulvovaginal CAF, it is 
imperative to utilize pre-operative imaging examinations and intraoperative physical examination to ensure the preser-
vation of the sphincter muscles when ligating the fistula tract. In our study, the tract was completely resected, with no 
noted impairment of the sphincter function in the postoperative course.

CONCLUSION
Although uncommon, certain typical clinical conditions, such as rectal cutaneous fistulas, can appear in complex ways, as 
in the case presented here. Before surgery, it is essential to confirm the diagnosis and outline the fistula accurately. 
Complex fistulae and incomplete mapping often result in recurrence or incontinence. CT imaging is useful for spotting 
and understanding perineal lesions and aiding treatment planning. Perineal angiofibromas can be removed via 
transperineal excision, even if they are linked to a rectal cutaneous fistula. The findings of our study indicates that, for 
complex cases like this one, a personalized approach and careful diagnostic setup are crucial. The accumulation of similar 
cases and larger-scale studies may help identify the best treatment approach.
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