
Copyright © 2023 Korean Cleft Palate-Craniofacial Association
This is an Open Access article distributed under the terms of the Creative Commons Attribution Non-Commercial License (https://creativecommons.org/ 
licenses/by-nc/4.0/) which permits unrestricted non-commercial use, distribution, and reproduction in any medium, provided the original work is properly cited.

www.e-acfs.org
pISSN 2287-1152
eISSN 2287-5603

139

Case Report 

INTRODUCTION
Fibrofolliculoma is an autosomal-dominant benign tumor 
characteristically found with Birt-Hogg-Dubé syndrome. The 
lesions are clinically asymptomatic, skin-colored, soft dome-
shaped papules measuring 2 to 4 mm. Fibrofolliculoma was 
first described by Birt et al. [1]. It occurs mainly in the form of 
multiple lesions in adults in various areas, such as the scalp, 
forehead, face, and neck [2,3]. Solitary fibrofolliculoma is very 
rare [4,5]. To the best of our knowledge, this is the first report 
of a case arising from the nasal septum [6]. Here, we report the 
clinical features and results of surgical treatment of a rare isolat-

ed fibrofolliculoma located on the left nasal septum in a 
62-year-old woman, along with a review of the relevant litera-
ture.

CASE REPORT
A 62-year-old woman visited our hospital, as an outpatient, 
with a palpable lesion on the left nasal septum. The patient vis-
ited us after recommendation of surgical removal at a local hos-
pital. The lesion did not cause pain upon palpation while physi-
cal examination was performed. Nasal endoscopy confirmed 
an irregular wart-like lesion in the left anterior nasal septum 
near the columella (Fig. 1). Other otolaryngology findings were 
normal, and there were no similar lesions in other parts of the 
body. None of the patient’s family members were known to 
have had such lesions. An excisional biopsy was performed on 
the mass for removal of the lesion and histological confirma-
tion. The lesion, measuring 6× 6 mm, was completely resected 
with iris scissors under local anesthesia (Fig. 1). Visually, the 
mass showed no invasion into the cartilage or other tissues, and 
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no adhesion to the periphery. A permanent biopsy was request-
ed for the resected mass. 

Histological examination revealed fibrofolliculoma showing 
cystically dilated hair follicles with thin proliferating epithelial 
strands emanating from them. The strands are surrounded by 
perifollicular fibrous tissue and show little cellular atypia (Fig. 
2). Based on these pathological results, a fibrofolliculoma was 
confirmed. We reexamined the patient’s skin on the face, neck, 
axillae, upper trunk, and groin, but there were no specific find-
ings. The patient had no family history of multiple skin papules 
or any skin diseases. Therefore, a solitary fibrofolliculoma was 
diagnosed. There was no recurrence of the lesion over 6 months 
of follow-up after surgery (Fig. 1).

DISCUSSION
Fibrofolliculoma can be associated with multiple fibrofolliculo-
ma as a part of Birt-Hogg-Dubé syndrome and may occur as a 

solitary benign lesion although few cases have been reported. 
This benign tumor occurs mainly in adults in the form of mul-
tiple lesions on various areas, including the scalp, forehead, face, 
and neck [1]. Multiple lesions generally appear after the age of 
25 and show autosomal-dominant inheritance, but sporadic 
cases have also been reported [7]. However, solitary fibrofollic-
uloma is very rare compared to multiple lesions, shows no heri-
tability, and is not associated with other skin abnormalities [4]. 
There have been very few subsequent case reports. To the best 
of our knowledge, only 14 cases have been reported to date, of 
which three occurred in the nose [5]. All three developed from 
skin of the nose. No cases in the nasal septum have previously 
been reported, and to the best of our knowledge, this is the first 
case of solitary fibrofolliculoma in the nasal septum described 
to date [3,4,6].

The average age of onset of solitary fibrofolliculoma is over 50 
years [1,8], in contrast to the multiple hereditary form with on-
set at a significantly earlier age [1,2,9]. However, there is no 

Fig. 1. A 62-year-old woman visited with a palpable lesion on the left nasal septum. (A) Nasal endoscopic findings of mass located in the ante-
rior nasal septum near the nasal columella. (B) A whitish-gray wart-like mass measuring 6×6 mm was excised. (C) Appearance at 6 months 
postoperatively showing the nasal septum, with no recurrence.

Fig. 2. Histopathological photograph showing a fibrofolliculoma. (A) Low-power appearance. Cystically dilated hair follicles (black bullets) 
with thin proliferating epithelial strands (black asterisks) emanating from them (hematoxylin and eosin stain, × 20). (B) High-power appear-
ance. Proliferating epithelial strands (black asterisks) with little cellular atypia surrounded by dense fibrotic stroma (empty asterisks) (hema-
toxylin and eosin stain, × 200).
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gender predominance [5]. Our patient was also a woman in her 
sixties, with no genetic predisposition or other skin diseases.

Solitary fibrofolliculoma can present with a variety of clinical 
manifestations without the typical recognizable local or system-
ic symptoms, and appear as yellow-white or skin-colored, 
smooth, dome-shaped lesions measuring 2 to 4 mm. Most cas-
es are asymptomatic, although cases with bleeding and itching 
have been reported [2,10]. Our case was asymptomatic, with a 
rather large wart-shaped lesion measuring 6× 6 mm with no 
pain on palpation. Solitary fibrofolliculoma is usually diag-
nosed through histopathological examination after excisional 
biopsy due to its clinical similarity to other lesions [11]. Our 
case also had no local or systemic symptoms, and was con-
firmed pathologically after excisional biopsy.

Diagnosis of fibrofolliculomas can be difficult, because pa-
tients have no recognizable or systemic symptoms and fibrofol-
liculomas are similar in appearance to other benign tumors 
formed in hair follicles [5]. Also, solitary fibrofolliculomas are 
very rare and the diagnosis is made only after histological ex-
amination is done. For these reasons, a solitary fibrofolliculoma 
may lead to misdiagnosis and undertreatment. The diagnosis 
for all lesions is made histologically, based on the characteristic 
findings of occasionally dilated hair follicles containing kerati-
nous material surrounded by a moderately well circumscribed 
thick mantle of fibrous tissue. The infundibular follicular epi-
thelium extended out into this fibrous mantle forming epithelial 
strands or cords. 

Due to its rarity, there is no consensus regarding the optimal 
treatment and prognosis of solitary fibrofolliculoma. Although 
known as a benign mass, complete resection of solitary fibrofol-
liculoma is considered desirable [5]. All patients reported to 
date have been treated by shaving or complete resection biopsy. 
In our case, treatment was performed by complete excisional 
biopsy, and meticulous surgical procedure was required to pre-
vent the injury to the nasal septal cartilage which can induce 
septal perforation or saddle nose. There has been no relapse to 
date over 6 months after surgery.

Here, we reported the first case of solitary fibrofolliculoma in 
the nasal septum in an otherwise healthy 62-year-old woman 
with no other skin lesions or relevant family history, along with 
a review of the literature.
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