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Trichofolliculoma (TF) is a rare benign adnexal follicular tumor, described as hamartoma with follicular differentiation according to some authors.

It typically appears during adulthood on the face or scalp as an isolated nodule with protrusion of central tufted hairs. We present a retrospective
series of eleven patients with histologically confirmed TF to evaluate epidemiological, clinical, and histopathologic characteristics. The mean age

at excision was 46 years with extremes ranging from 20 to 75 years. The sex ratio M/F was 0.37. Clinical presentation was a papule or nodule with
an average diameter of 6,7mm (2-15 mm), firm with central pit in 54 percent and visible emerging vellus hairs in 18 percent of cases only. The
localization was on the face in seven cases (63.6%) and only four cases were located outside the face (scalp [n=2], sub mammary fold [n=1] and
shoulder [n=1]). Histologically, a cystically dilated hair follicle containing keratinous material with several mature and immature branched follicular
structures is described in all cases. According to our series, TF occurs predominantly in women without age predilection, in the face. Central tufted
hairs are only found in a minority of cases corresponding histologically to many secondary vellus hair follicles. In fact, histopathological examination
is the gold standard for the diagnosis because clinical diagnosis could be challenging. Histology and dermoscopy may vary according to the age of
the lesion. To date, only few case series have been published. KEYWORDS: Trichofolliculoma, adnexal tumor, dermatoscopy

According to some authors, TF is described as hamartoma with

follicular differentiation. It typically appears during adulthood
on the face or scalp as an isolated, skin-colored papule or nodule with
protrusion of tufted hairs from a central pore.” Atypical presentations may
be misdiagnosed as cysts and even some carcinomas. Histopathology
confirms the diagnosis when revealing a central dilated follicle, containing
keratin and hair shafts with multiple hair follicles in different stages of
development.!

Trichofolliculoma (TF) is a rare benign adnexal follicular tumor.!

METHODS

We report a retrospective case series 11 patients with TF seen over
eleven years (2011-2020) at Hedi Chaker Hospital of Sfax in the south
of Tunisia to evaluate the epidemiological, clinical, dermoscopic, and
histopathologic characteristics of TF. All cases were histologically
confirmed. We evaluated all cases in which lesion removal was performed
and histologically confirmed at the pathology department of Habib

Bourguiba Hospital. Clinical data were collected on patient age, sex, clinical

diagnosis, and location. Data were also collected on histopathologic
finding.

CASE DESCRIPTIONS

Eleven cases of TF were collected. The mean age at excision was 46
years (extremes: 2075 years). Three patients were younger than 30
years of age. Seventy-three percent of the patients were female and 27
percent were male. Lesions were evolving for approximately one year
in six patients. In one case, the lesion was congenital. The lesion was
asymptomaticin all cases, except an occasional whitish discharge in
two patients. Clinical presentation was a papule or nodule of average
diameter 6.7mm (2—15 mm), relatively firm, and fixed with central
pitting in 54 percent and visible emerging vellus hairs in 18 percent of
cases only (Figure 1B). The size of the lesion was less than 5mm in six
patients, and between 6 and 15mm in five patients. The lesion was pink
in four cases, flesh-colored in four cases, whitish in one case, brown in
one case (Figure 1A) and red in one case. The lesions were located on the
face in seven cases (63.6%; cheek [n=4], forehead [n=1], nose [n=1,
Figure 2A], and inferior lip [n=1]). Four cases were located elsewhere on
the body (scalp [n=2], sub mammary fold [n=1)], and shoulder[n=1]).
The evolution was constantly benign as no cases recurred after complete
excision. Preoperative diagnoses were: epidermal cyst (n=3), basal cell
carcinoma, nevus, pilomatrixoma, trichoepithelioma, dermatofibroma,
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FIGURE 1. A) pigmented umbilicated well-defined nodule measuring 1cm on the sub mammary fold; B) Two pink nodules
with central pit and emerging white vellus hairs on the cheek
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FIGURE 2. A) Clinical appearance: Two flesh colored to pink well-defined papules measuring 3mm on the nose; B)
Dermoscopic examination: well-defined, yellow structureless area without noticeable vessels
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FIGURE 3. A) Histopathological image showing a cystically dilated follicle (star) with numerous follic
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les varying in maturity

arising from the lateral wall (arrow) (HE*25); B) On higher magpnification, the secondary follicles can be better appreciated

(HE*100).

angiofibroma, mucoid cyst, supernumerary
breast. TF was evoked before excision in only two
cases with emerging tufted hairs. Dermatoscopic
examination was performed in only one case,
showing a well-defined, yellow structureless
area without noticeable vessels (Figure 2B).
Histologically, all lesions were compatible with
TF, with cystically dilated hair follicles containing
keratinous material. Several mature and
immature follicular structures in all stages were
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branched on the large central dilated follicle
and radiated into the surrounding dermis and
sebaceous glands in 45 percent of cases (Figure
3). The stroma was composed of lymphocytic
and histiocytic inflammation in most cases with
frequent granulomas in two cases (18%). All
cases are summarized in Table .

DISCUSSION
Many authors have considered TF as a

hamartoma rather than a tumor as it is
composed of normal hair follicle in an aberrant
distribution.” It is common in adulthood with no
definitive racial or sex predilection. Some series
described an equal sex distribution.2 The female
predominance in our series can be explained

by a more frequent consultation of women

due to the aesthetic concerns prompted by the
lesions. We report three cases that developed

in patients younger than thirty, and a female
predominance. Onset is usually spontaneous;
however, a history of previous trauma has been
described in some cases and not in our series.

First reported by Miescher in 1944, TF might
be recognized when it is a papule or nodule
with central dilated pore through which an
immature hair protrudes. A large lobulated mass
is rarely reported. It manifests mostly on the face
especially around the nose and occasionally on
the scalp and more rarely the neck.? Locations on
the lip, external auditory canal, intranasal area,
genital area, vulva, eyelid margin and upper
extremities have also been reported >

Our series confirm the face localization
predominance especially on the cheek. We also
describe rare localization on the trunk and the
lip. Lesions are mostly solitary but numerous TF
on the extremities with varying size and age was
also described.* We report two cases presenting
two adjacent lesions which is a rare condition.

In the absence of these characteristics, clinical
diagnosis may include epidermal cyst, dilated
pore of Winer, trichoepithelioma, molluscum
contagiosum, sebaceous hyperplasia, dermal
nevus and basal cell carcinoma. We have also
evoked other diagnoses such as mucoid cyst on
the lip and a supernumerary breast when the
lesion was located on the submammary fold.

There is a limited dermoscopic description of
TF in the literature. One previous report showed
a "firework" pattern consisting of a central
brown zone and multiple radial dark brown
projections peripherally in a four-month-old
lesion.® Another case showed a bluish nodule
with a central white-pink area, shiny white
structures, dotted vessels and a central scale.’
The third aspect consists of structureless pinkish
white area with a central sluice and a fine
peripheral radial serpiginous vascularization.®
Recently, the dermoscopic features of a well-
defined, yellow macule with a central white hair
plug described as "troll hair" sign surrounded by
dilated capillaries were reported.” However, the
number of dermatoscopic observations is too
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TABLE 1. Summary of the epidemiological, clinical and therapeutic characteristics of the 11 patients included in the trichofolliculoma series

DURATION CLINICAL
HE (YEARS) ﬂm COLOR OF LESION | LESION CENTER | SYMPTOM DIAGNOSIS LOCATION RECURRENCE

M: male; F: female; mm: millimeter; TF: trichofolliculloma; BCC: basal cell carcinoma

Nevus - .
1 Flesh-colored Central pit None Slbmatricoms Scalp (occipital region)  No
2 25 F Sincebirth 7 1 Brown Central pit None e No
breast submammary
3 53 F 1 5 1 White Ez?rtsral il None TF Cyst Forehead No
4 49 B 1 4 1 Flesh-colored Gl None (yst Shoulder No
Whitish discharge y
5 20 M 1 7 1 Pink = None Dermatofibroma  Cheek No
6 40 F 1 2 2 Flesh-colored - None Trlchoeplthelloma Nose No
angiofibroma
) Central pit,
7 69 F 1 10 1 Pink Whitish discharge None (yst Cheek No
R 1 2 2 Pink Central i, None  TF Cheek No
velli hairs
9 38 F - 12 1 Flesh-colored - None (yst Cheek No
10 21 M Onemonth 15 1 Red - None Mucoid cyst Inferior lip No
N 56 M - 5 1 Pink - None BCC Scalp No

small to draw any conclusions. Dermatoscopy
is mainly useful to eliminate other diagnoses
whose dermatoscopic aspects are better known.
Central tufted hairs are only found in a
minority of cases such as those reported in our
series corresponding histologically to a central
primary follicle and many secondary vellus hair
follicles. The diagnosis is generally histological.
We observe a central dilated cavity with an
infundibular keratinization that is continuous
with the epidermis. The cavity usually contains
keratin. Numerous vellus hair follicles, in
different stages of development, radiate from
the wall of this central cavity. These follicles may
in turn give rise to secondary or even tertiary
follicles. Rupture of the cystic space in the
surrounding dermis can lead to a granulomatous
reaction.” Sebaceous differentiation may be
seen within the follicles or the rudimentary
structures. Histopathology may vary according
to the maturation stage of TF resulting in an
increased number of vellus hair secondary
follicles.” TF express CK15, CK17 intensely, as
well as BerEP4, markers expressed in normal
follicles and in certain follicular tumors but there
are no specific markers for TE.®" We did not
perform immunohistochemistry for our patients
since the diagnosis was histologically evident.
Although folliculosebaceous cystic
hamartoma contains sebaceous glands
converging into a central cyst, it has neither

secondary follicles nor hair shaft and there is
no reason to believe it is a very late-stage TF.
Fibrofolliculoma and cystic trichoblastoma
have a different architecture and also lack hair
shafts."

The treatment of choice for TF is surgical
excision. The prognosis is good and recurrence
after excision has been rarely reported.?
Perineural invasion was described by Stern
and Stout in 1979." It requires long-term
follow-up even if it has no significant malignant
potential. There are no reported systemic or skin
abnormalities associated with TF. Larger series
may better clarify his clinical, histologic and
prognostic characteristics.
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