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ABSTRACT

Objective: Trichoblastomas are rare benign tumors of the skin appendages with epithelial and mesenchymal components that exhibit

differentiation to the follicular germinative epithelium and particularly to the follicular stroma of the skin. Our aim was to contribute

to already limited literature data in order to gain more insights into the treatment and follow-up of patients with this condition.

Methods and Materials: A total of 9 patients with trichoblastoma and 1 patient with malignant trichoblastoma were surgically treated

between 2016 and 2020 at the Department of Plastic, Reconstructive and Aesthetic Surgery, School of Medicine, Marmara University.

Results: Of the 10 patients with trichoblastoma, 5 were female and 5 were male, with a median age of 49 years. The smallest and

largest lesion lenghts were 0.4 and 2 cm, respectively. Seven lesions had developed in the head and neck region, while 2 were in the

trunk. One of our cases was a 45-year old female patient with a malignant trichoblastoma presented with a lesion in the right side of

the lower lip.

Conclusion: Trichoblastomas are rare tumors that affect both sexes equally and are seen most commonly in the head and neck region.

Recurrence rates were found to be low when they were treated with negative surgical margins.
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1. INTRODUCTION

Trichoblastomas are rare benign tumors of the skin appendages
with epithelial and mesenchymal components that exhibit
differentiation to the follicular germinative epithelium and
particularly to the follicular stroma of the skin [1]. Although
they may develop at any site harboring hair follicles, the most
common site of involvement is the head and neck region [2-
5]. Generally, they form plaques, nodules, or papilla. Although,
most patients have sporadic lesions, multiple lesions may occur
generally in conjunction with Brooke-Spiegler Syndrome or its
phenotypic variant, i.e. “multiple familial trichoepithelioma”
[6]. The malignant form is even more uncommon, with two
morphological types reported: trichoblastic carcinoma and
trichoblastic carcinosarcoma.

Histopathologically, trichoblastomas are symmetric lesions
with well-defined boundaries that are localized in the dermis.

The tumor consists of basaloid cell islets with occasional
areas of palisading cells surrounded by intense follicular
fibrotic stroma. It has several subtypes depending on the
growth pattern: large nodular, small nodular, cribriform
(trichoepithelioma), racemiform, retiform, and columnar
(desmoplastic trichoblastoma). It is important to be aware
of the presence of these subtypes for successful differential
diagnosis. Furthermore, other pathological features may be
observed including sebaceous and ductal differentiation,
hyaline transformation, and melanocytic hyperplasia. Basal
cell carcinoma (BCC), microcystic adnexal carcinoma, and
syringoma may be associated with challenges in differential
diagnosis, particularly in smaller biopsy samples. BCC, the most
common malignant skin tumor, lacks specific follicular stroma.
Palisading alignment around the cell islets is more prominent
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and retraction artifacts are present. Immunohistochemical
staining showing androgen receptor positivity and lack of
Merkel cells which can be detected with cytokeratin 20, favor
a diagnosis of BCC, while the opposite favors a diagnosis of
trichoblastoma [7].

Our aim was to contribute to already limited literature data in
order to gain more insights into the treatment and follow-up of
patients with this condition.

2. MATERIALS and METHODS

A total of 9 patients with trichoblastoma and 1 patient with
malignant trichoblastoma, surgically treated between 2016
and 2020 at the Plastic, Reconstructive and Aesthetic Surgery
Department, School of Medicine Marmara University
were included in the study. Information such as the site of
involvement, therapeutic modalities administered, recurrence
rate, and presence of concomitant skin tumors was retrieved
from patients’ records and pathology reports. All patients
underwent excisional biopsy with total tissue sampling.
Following routine tissue preparation, the cross-sections were
stained with Hematoxylin and Eosin. If required, additional
cross-sections were prepared and immunohistochemical studies
were performed to aid in the differential diagnosis.

Excisional biopsy was performed in all lesions. Due to narrow
surgical margins, two patients underwent re-excision. Since,
trichoblastoma is a rare tumor of the skin appendage, its
treatment is relatively obscure. The mean duration of follow-up
in our patients was 33 months. Absence of recurrences,
including the three patients with longest follow up (53, 55, and
62 months, respectively), suggests that excision with negative
surgical margins may suffice for treatment.

The study was conducted in accordance with the principles of
the Declaration of Helsinki. This study was approved by the
Marmara University, School of Medicine, Ethics Committee
(Approval number: 08.05.2020; 09.2020.530).

Statistical Analysis

Statistical analysis was performed using the SPSS version
for Windows 15.0 software (SPSS Inc., Chicago, IL, USA).
Continuous variables were expressed in mean + standard
deviation (SD), median (min-max), while categorical variables
were expressed in number and percentage. The unpaired ¢-test
was used to compare continuous random variables between the
time periods, while the chi-square test was used to compare
discrete random variables. A p value of <0.05 was considered
statistically significant.

3. RESULTS

Of the 10 cases with trichoblastoma, 5 were female and 5 were
male, with a median age of 49 years. Seven patients were less
than 60 years of age, while 2 were > 60 years of age. The smallest
and largest lesion lenghts were 0.4 and 2 cm, respectively. Seven
lesions had developed in the head and neck region, while 2 were

in the trunk. In one case, trichoblastoma in association with
concomitant syringocystadenoma papilliferum had developed
on the background of a sebaceous nevus. Also, three patients
had concomitant BCC, poroma, and seborrheic keratosis, one
in each respectively. A negative surgical margin was considered
to indicate adequate treatment. However, resection was done
in 2 patients, due to deep or lateral continuation, one each
respectively. The mean duration of follow up was 33.44 +
15.48 months. The clinical characteristics of the patients are
shown in Table I. Histopathologically 8 lesions were localized
in the superficial dermis, had well-defined margins, and
contained basaloid cell groups and specific follicular stroma in
their surroundings (Figure 1). With regard to growth pattern,
the most common subtype was the nodular subtype, with 5
patients having double or triple patterns such as small nodular,
cribriform, racemiform and retiform types. It was interesting
to note the presence of melanin pigment in two patients. No
patients had recurrence.

One of our cases differed slightly from the others. This case
was a 45-year old female patient with a history of malignant
trichoblastoma who presented with a lesion in the right side
of the lower lip that had existed for a one-year period with
accelerated growth within the past 3 months. The lesion was
1 cm in length and had a nodular appearance (Figure 2). A
pre-diagnosis of BCC was made and the patient underwent
excisional biopsy with a 2-mm surgical margin. Due to a
pathological diagnosis of malignant trichoblastoma, re-excision
with wedge excision was carried out with a surgical margin
of 1 cm. Cervical computed tomography did not show any
lymph node metastases. In histopathological examination, the
tumor consisted of small nodules with significant follicular
differentiation that infiltrated into the subcutaneous tissue and
superficial muscles. The perineural invasion observed in one
field facilitated the diagnosis of malignancy (Figure 3). The
patient was followed up for 36 months and no recurrence was
detected.

4. DISCUSSION

In the current study, the largest lesion was 2 cm. However,
patients with lesions of up to 6 cm have also been reported
[8]. Trichoblastomas are papule or nodule like lesions that are
generally less than 2 cm in diameter. The lesions are generally
the same color as the skin. Less frequently, brown-black colored
pigmented forms that can be clinically mistaken for malignant
melanoma or pigmented BCC have also been reported [5, 9].
In our patient series, although, two patients had focal melanin
pigment microscopically, no cases had clinical pigmentation.
Lesions the same color as the skin were more likely to be
confused with BCC.

It has been reported that both trichoblastoma and malignant
trichoblastoma may develop on the background of sebaceous
nevus, and such lesions are generally larger and more heavily
pigmented [10,11]. One of our patients also had a lesion that
developed on the background of sebaceous nevus, although,
with no pigmentation. This lesion was accompanied by
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syringocystadenoma papilliferum that also developed on
the background of sebaceous nevus. Syringocystadenoma
papilliferum is a benign tumor of the skin appendage that
frequently develops on sebaceous nevi. Total excision and
primary repair were performed for these sebaceous nevi with
negative surgical margins.

Although published literature suggests that trichoblastomas
mostly occur in subjects over 60 years of age, an 11 year old
pediatric patient has also been reported [12]. In our study, the
median age was 49 years, with only two patients being older than
60 years of age, and the youngest patient was 16 years old. With
regard to gender distribution, there were 5 male and 5 female
patients. Again, in line with the published data, 7 of the lesions
(77.77%) were in the head and neck region [13]. Although, more
frequent occurrence in this region suggests that UV light may
play an etiological role, definitive evidence for this hypothesis
is lacking.

Malignant trichoblastoma has only been described in case reports
in the literature. Pigmented forms such as trichoblastomas and
giant forms have also been reported [14,15]. As in our patients,
these lesions mostly affect the head and neck region [16] and the
elderly, although, other locations such as the abdomen [17] and
the paraspinal area [18] may also be involved.

The histopathology of malignant trichoblastoma consists
of an epithelial component that is surrounded by special
follicular stroma, as in the benign form, although, it has also
moderate or marked atypia. On the other hand, in trichoblastic
carcinosarcoma, both components are of malignant nature.
Our patient had well - differentiated trichoblastic carcinoma
that displayed pronounced follicular differentiation. Although
predisposing factors have not been fully elucidated, lesions
developing on the background of trichoblastoma have been
reported [19], with a more aggressive clinical course. Our
patient lacked the benign trichoblastoma component. Also,
other 9 patients with trichoblastoma did not have malignant
transformation.

As this tumor is very rare, no treatment principles have been
established. The therapeutic option may be determined on the
basis of the tumor stage. A screening for metastatic lesions is
recommended, as patients with lymphatic or hematogenous
spread have been reported [20]. The primary form of treatment
reported in the literature involves surgical excision. There is
no clear-cut consensus regarding the surgical margins, with
some studies reporting excisions ranging between 0.5 cm and
1.5 cm [13-15]. In our patient, excision was performed to
achieve a surgical margin of 1 cm, with primary repair. Since,
the screening for metastatic lesions was negative, no additional
treatments were administered. However, some authors opted for
radiotherapy even in non-metastatic patients [21]. Our patient
was followed up every 3 months in the first year, and by bi-yearly
exams thereafter, as the lesion was small, pathological stage was
low (pT1), and surgical margins were extended. No recurrence
or lymphatic/hematogenous metastases were detected at the end
of 36 months’ of follow-up.

Trichoblastomas are rare tumors originating from hair follicles
and their malignant forms have been reported even less
frequently. In this study, our aim was to contribute to already
limited literature data in order to gain more insights into
the treatment and follow-up of patients with this condition.
Recurrence rates were found to be low when they were treated
with negative surgical margins.

Table 1. Demographic features of patients

No Sex Age Localization Size Accompanying Follow-
(cm) tumor up
(month)
1 |Female |32 |Leftmedial [0,5 |BCC 16
canthus
2 [Male (41 |Leftupper 04 |- 16
eyelid
3 |[Male |78 |Leftdeltoid [0,6 |Poroma 23
Male |49 |Nasal dorsum | 0,6 Seborrheic keratosis | 28
5 |Female |49 |Left 0,5 29
nasolabial
fold
Male |51 |Trunk 2 55
7 |Male |34 |Right 0,6 53
nasolabial
fold
8 |Female |64 |Lefttemporal | 1,3 | Syringocyst- 62
adenomapapilliferum
9 |Female | 16 |Nasal dorsum | 0,5 19
10 | Female |45 | Lower lip 1 36

Figure 1. Well - circumscribed basaloid cell groups and the surrounding
fibrotic stroma in the dermis. Large nodular and cribriform growth
pattern are seen. H&Ex40
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Figure 2. Nodular lesion at the right of the lower lip diagnosed as malign
trichoblastoma.

Figure 3. Subcutaneous fat tissue and perineural invasion of malign
trichoblastoma (Shown with star). H& Ex40
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