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Case Report
Composite trichoblastoma and inverted follicular  
keratosis: a case report
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Abstract: Composite trichoblastoma and inverted follicular keratosis is extremely rare and the histogenesis is un-
clear. To date, only four cases have been described in a report. We report a case of 62-year-old woman patient with 
a palpable cutaneous nodule on the buttock. The patient had a history of squamous cell carcinoma on the lower lip 
13 months ago. Excisional biopsy was done, and the microscopic examination revealed composite tumor of tricho-
blastoma and inverted follicular keratosis. The patient has not been experienced recurrence after surgery.
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Introduction

Trichoblastomas (TBs) are rare benign tumors 
of the hair germ in which follicle development 
may be partly or completely recapitulated [1]. 
Ackerman et al. have used ‘trichoblastoma’ as 
a generic term for all neoplasms of the skin and 
subcutaneous fat that are composed mostly of 
follicular germinative cells [2]. TBs are usually 
greater than 1 cm in diameter and involve the 
deep dermis and subcutis. They usually present 
as a slowly growing nodule. The face, scalp and 
pelvic girdle are common sites [2, 3]. TBs are 
not aggressive, but a few cases of malignant 
change have been rarely described [4-6].

Most frequently TB occurs sporadically. A few 
cases of composite tumor which is composed 
of TB and another neoplasm such as apocrine 
poroma [7] or seborrheic keratosis (SK) [8] 
have been reported. Battistella et al. reported 
six cases of composite tumors associating 
trichoblastoma and another benign neoplasm, 
including SK, inverted follicular keratosis (IFK) 
or verruca vulgaris [9]. Here, we report a case 
of composite TB and IFK that developed on the 
buttock.

Case report

A 62-year-old female patient presented with a 
palpable mass on the right buttock for a dura-

tion of one month. Dermatological examination 
revealed a solitary asymptomatic, round to 
oval, verrucous plaque measuring 0.5 × 0.4 cm. 
Thirteen months previously, the patient under-
went wide excision for palpable mass of the 
lower lip, and the pathologic diagnosis was 
squamous cell carcinoma, well differentiated. 
There has been no other remarkable past medi-
cal history. Her laboratory tests were within nor-
mal limits. Complete excisional biopsy was 
done. Microscopic examination of the excised 
specimen showed a well-demarcated skin 
lesion with exophytic and endophytic prolifera-
tion of epidermal squamous and basaloid cells 
(Figure 1A). Epidermal hyperkeratosis and 
parakeratosis as well as acanthosis were prom-
inent. Squamous eddies were seen in focal 
areas. In the center of the lesion, pseudo-inva-
sion was observed (Figure 1B). However, infil-
trative growth at the periphery of lesion was not 
seen. In the superficial dermis, irregular nests 
of basaloid cells with peripheral palisading of 
nuclei were identified (Figure 1C). There was no 
cleft between neoplastic cell nests and peri- 
tumoral stroma. No direct connection was 
observed between both lesions. We reviewed 
the slides of the previous squamous cell carci-
noma of lower lip, and confirmed that these two 
tumors are histologically distinct neoplasms. 
Immunohistochemical staining was perform- 
ed to investigate the characteristics of each 
component of the tumor. The nested tumor ce- 
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lls in superficial dermis were positive for Bcl-2 
(Figure 1D), and negative for CD10 (Figure 1E), 
calretinin and HPV. Peritumoral stroma showed 
immunoreactivity for CD10 (Figure 1E). The epi-
dermal component was negative for: Bcl-2, 
CD10, calretinin and HPV. Based on the clinical 
and histopathologic findings, we diagnosed this 
case as a composite TB and IFK. After wide 
excision of the entire lesion, the patient is cur-
rently well, and has not experienced recurrence 
after 2 months. Informed consent was obtained 
from the patient presented in this case report.

Discussion

To the best of our knowledge, very few cases of 
trichoblastoma (TB) coexisting with another 
epithelial neoplasm have been reported so far 
[7-9]. Among 8 cases that have been reported, 
4 cases were a composite tumor of TB and 
inverted follicular keratosis (IFK) [9], 3 cases 
were TB with SK [8] and 1 case was TB with 

eccrine poroma [7]. We herein report a com-
posite TB and IFK. Our patient was a 64-year-
old female, and the lesion occurred in the but-
tock. The buttock is a part of the pelvic girdle 
that is among the sites having a predilection for 
sporadic TB, following the face and scalp [2, 3].

It is sometimes difficult to distinguish TB from 
basal cell carcinoma (BCC) histologically. Both 
lesions are composed of proliferative basaloid 
cell nests. However, TB is histologically charac-
terized by follicular stroma, mild cell atypia, and 
absence of invasive growth, while BCC has a 
diffusely myxoid stroma, more amount of cellu-
lar atypia, tumor clefts, and infiltrative growth. 
According to histologic features, the TB compo-
nent in present case showed follicular stroma, 
minimal atypia, no myxoid stroma, and tumor 
clefts,consistent with TB. Additionally, immuno-
histochemical staining may help this differen-
tial diagnosis. CD10 expression can distinguish 
between TB with peritumoral stromal staining 

Figure 1. (A) At low power, composite trichoblastoma (TB) and inverted follicular keratosis (IFK) are present, sepa-
rately. Clefts (arrow) between the follicular stroma of TB and the normal dermis are identified. (B) At medium power, 
IFK is characterized by an epithelial cell proliferation with various stages of squamous differentiation and residual 
foci of basaloid cell (arrow). (C) Trichoblastoma has a nest of basaloid cells with peripheral palisading of nuclei, 
surrounded by follicular stroma. By immunohistochemistry, Bcl-2 was expressed in tumor cells of TB. (D) CD10 was 
negative in tumor cells (D), whereas it was positive in peritumoral stroma (E) of TB.
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and BCC with epithelial staining, whereas Bcl-2 
is expressed in tumor cells of both lesions [10]. 
In our case, tumor cells of TB were Bcl-2-
positive and CD10-negative. CD10 was ex- 
pressed in only the peritumoral stromal area. 
These resultsfavor TB rather than BCC.

The histogenesis and nosological status of IFK 
are not clear. Mostly, IFK has been regarded as 
a variant of SK. Others consider IFK as a viral-
induced epithelial hyperplasia with follicular 
patterns [11, 12]. In our case, however, koilocy-
totic atypia was not detected and tumor cells of 
both components were negative for HPV immu-
nohistochemistry. Some authors insist that SK 
and IFK are distinguishable on clinical and his-
tologic grounds [13]. Ko et al. reported the find-
ing that Bcl-2 positive epidermal dendritic cells 
are identified in IFK but not SqCC or SK [14]. 
González-Guerra et al. revealed that the epithe-
lium of the most superficial areas of IFK are 
positive for calretinin, whichnormally labels the 
innermost layer of the outer root sheath of hair 
follicles by immunohistochemistry [15]. In our 
case, however, neither Bcl-2-positive epidermal 
dendritic cells nor calretinin-positivity were 
detected in the IFK component. These results 
do not support the hypothesis of a the follicular 
nature of IFK. If IFK is regarded as a variant of 
SK, in this case, TB and IFK can be considered 
to originate from different origins and exist 
together. 

We report herein a rare and interesting case of 
a composite TB and IFK. Further study is 
required to clarify the histogenesis of IFK and 
the relationship between TB and IFK.
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