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CASE REPORT

A Case of Basaloid Follicular Hamartoma
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Departments of Dermatology and ' Pathology, Myongji Hospital, Kwandong University College of Medicine, Goyang, Korea

Basaloid follicular hamartoma (BFH), uncommon rare be-
nign neoplasm connected to the adnexal structures, presents
with multiple clinical manifestations that can develop into
basal cell carcinoma. BFH may be congenital or acquired,
and the congenital form can be further divided into the
generalized and unilateral type, and the acquired form may
present as localized and solitary lesions. Congenital, ge-
neralized BFH is associated with systemic diseases such as
alopecia, cystic fibrosis, hypohidrosis, and myasthenia gra-
vis. In contrast, sporadic cases are observed as unilateral or
localized lesions. BFH shows thick cords and thin strands of
anastomosing basaloid proliferations that arise from hair
follicles and are enclosed by loose fibrous stroma. Here, we
report a 70-year-old man with an acquired, solitary form of
BFH. (Ann Dermatol 22(2) 229~ 231, 2010)
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INTRODUCTION

Basaloid follicular hamartoma (BFH) is an unusual, benign
adnexal tumor composed of basaloid proliferating cells
near hair follicules'?. The variable clinical manifestations
include one or more skin-colored papules, plaques, and
nodules, predominantly on the face'”. It may also appear
at the distribution area of the terminal hair such as scalp,
axilla, and pubic region*’ with identical histologic find-
ings. Histopathologically, there are multiple cords and
thin strands of anastomosing basaloid or squamoid cells
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with numerous epidermal connections confined to the
superficial papillary dermis'?*.

BFH is a very rare skin disease, with only 3 cases reported
in the Korean literature. Herein, we report a case of BFH
in a 70-year-old male presenting with a lesion located on
the forehead, along with a review of literatures.

CASE REPORT

A 70-year-old-man presented with a 10 year history of a
yellowish papule on the forehead. He had no subjective
symptoms and no other medical history. The size of the
lesion was invariable for the past 10 years. Physical ex-
amination revealed a 0.6x0.6 cm, ill-defined, flesh-co-
lored firm papule with a central, pea-shaped depression
on the left forehead (Fig. 1).

A skin biopsy specimen was taken from the lesion and
stained with hematoxylin and eosin. Histopathologic ex-
amination demonstrated a clear demarcation between the
tumor cells and surrounding tissues in the upper dermis.
The lesion revealed strands and cords of small, basaloid
cells emanating from the infundibular portion of the hair

Fig. 1. The skin lesion is solitary, skin colored, 0.6x0.6 cm,
and smooth, with a central depressed papule on the left forehead.
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Fig. 2. Histopathology shows multiple islands composed of
tumor cells situated in the upper dermis with variable epidermal
connections (H&E, x40).

follicle (Fig. 2). The tumor stroma is mildly fibrocellular.
There was no significant clefting between the tumor and
stroma. No atypical cellular features or mitotic features
were found (Fig. 3). The lesion was completely removed
and no further relapse was observed.

DISCUSSION

BFH was first reported with a unilateral linear distribution
in 1952 by Carvey®. In Korea, only 3 cases have been
reported'**. Han et al.* reported an acquired, solitary
form of BFH that was present as a single papule on the ala
nasi, similar to our case. The others were acquired, so-
litary forms of BFH with combined basal cell epithelioma
present as a single plaque on the tip of the nose’ and
familial BFH syndrome that appeared as multiple here-
ditary form of BFH'. Our case showed a solitary, acquired
form of BFH present as a single papule on the forehead
without basal cell epithelioma.

BFH is classified as hereditary and acquired”’. The he-
reditary form is divided into the generalized and unilateral
nevoid type, and the latter form may present as localized
and solitary lesions®. Dominantly inherited, generalized
BFH syndrome is an autosomal dominant inherited type
grouped with generalized, inherited BFH. It can present as
small (1 to 2 mm), skin-colored, multiple lesions’. In
particular, the familial generalized form of BFH is usually
associated with systemic manifestations, including auto-
immune diseases such as alopecia, myasthenia gravis;
hypohidrosis; hypotrichosis; palmoplantar pitting; cystic
fibrosis'*?. This type develops during early childhood.
BFH is composed of strands and cords of small basaloid or
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Fig. 3. Basal cell proliferation surrounded by a loose fibrous
stroma with no cleft between the stroma and tumor cells. No
cellular atypia and atypical mitosis (H&E, x400).

squamoid cells originating from the infundibular portions
of the hair follicles enclosed in a loose fibrous stroma®.
BFH may have no atypical cellular features or mitotic
activity, and there may not be a cleft between the tumor
cells and surrounding stroma®””.

The differential diagnosis of BFH includes basal cell
carcinoma (BCC), generalized follicular hamartoma, basal
cell nevus syndromes, trichoepitheliomas, fibrofolliculoma,
and Cowden. Kaiser et al."” reported a linear, solitary form
of BFH that featured trichoblastomatous proliferations.
Clinically, misdiagnosis of these conditions are BCC, se-
baceous hyperplasia, seborrheic keratosis, and nevi of
melanocyte®*'".

BFH and BCC are not related but may increase the risk for
malignant transformation’. Thus, histological differentia-
tion between infundibulocystic BCC and BFH is impor-
tant. Both lesions may have anastomosing strands and
cords of basaloid cells with numerous epidermal connec-
tions, an association with hair follicle structure, and no
cleft between the tumor island and stroma”*. However,
the cleft between stromal cells and the mitotic activity of
tumor cells is characteristic of infundibulocystic BCC".
Thus BFH should be discriminated from BCC depending
on clinical, histological molecular features, and gene ex-
pressionm.

Treatments of BFH include surgical excision, cryosurgery,
laser surgery, and photodynamic therapy with particularly
diffuse or extensive lesions'”. Smith and Skelton’ reported
that BFH associated with autoimmune disease may re-
spond to retinoid therapy because it diminishes the he-
dgehog signaling pathways with decreased Gli-1 tran-
scription activity. BFH may be malignant; thus, surgical



excision is the first treatment choice despite risks of com-
plications and post-scarring problems'**.

We hereby report a case of BFH that sporadically de-
veloped on the forehead of an elderly man. It was an
acquired, solitary form of BFH, not associated with basal
cell epithelioma. Although BFH is a rare neoplasm, it is
important to differentiate because of the malignancy risk
of BCC and similar characteristics to other benign tumors.
The accuracy of diagnosis and patient outcomes will im-
prove with increasing awareness of this disorder.
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