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Abstract

We describe a case of a proliferating trichilemmal tumor (PTT) on the gluteal region of a 24-year-
old male, presenting as a solitary nodule with spontaneous regression. This is the first report of a
case in PTT with spontaneous regression.
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1. Introduction

Proliferating trichilemmal tumor (PTT) is an uncommon adnexal neoplasm that probably arises from a preexist-
ing trichilemmal cyst subsequent to trauma or inflammation; it can also occur without a preexisting cyst. We
report an unusual case of a PTT which presented as a nodular tumor located on the gluteal region of a young
male patient with spontaneous regression.

2. Case Report

A 24-year-old man presented with a 4-month history of a gradually enlarging lesion on the right gluteal region
that was otherwise asymptomatic. His medical history was unremarkable, and he had no history of trauma or in-
sect bite at the location. Physical examination showed a localized, non-painful, hard consistency nodule mea-
suring 50 x 30 mm with a 30 x 15 mm ulcerative lesion (Figure 1). A skin biopsy from non-ulcerative lesion
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showed the tumor was well demarcated from the surrounding tissue in the dermis, and revealed masses of
squamous epithelium, demonstrating trichilemmal keratinization, extensive eosinophilic amorphous ketatin, and
keratin pearls (Figure 2). This was consistent with PTT.

Surprisingly, the tumor began decreasing 8 weeks after performing the skin biopsy, and the size of the ulce-
rated legion was 13 x 13 mm in diameter (Figure 3). We excised the lesion with a 5 mm surgical margin. His-
tologically, the remaining skin legions showing spontaneous regression were replaced by granulation tissue with
infiltration of inflammatory cells. The pattern of fibrosis was lamellar and pauci-cellular, with prominent sclero-
sis. The predominant cells of infiltrating lymphocytes were CD4" and CD8" T cells. The epidermis showed
pseudoepitheliomatous hyperplasia near a self-resolving ulcer (Figure 4). The tumor was not found even con-
firmed specimens of consecutive sections. No relapse was observed during the 12-month period of follow-up.

Figure 1. Nodule measuring 50 x 30 mm with a 30 x 15 mm ulcerative lesion
on the gluteal region.

Figure 2. It revealed masses of squamous epithelium, demonstrating trichi-
lemmal keratinization, extensive eosinophilic amorphous ketatin, and keratin
pearls (Hematoxylin-eosin stain; original magnification x12.5).
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Figure 3. Eight weeks after skin biopsy, the size of the ulcerated legion was
13 x 13 mm in diameter.

Figure 4. The remaining skin legions showing spontaneous regression were
replaced by granulation tissue with infiltration of inflammatory cells (HE;
x12.5).

3. Discussion

About 90% of cases involve scalp lesions, described clinically as pink to reddish, subcutaneous, and cystic no-
dule that slowly progresses to a large, nodular mass that may ulcerate and bleed. The residual 10% of cases are
found on nose, mons pubis, vulva, and buttocks [1] [2]. In more than 80% of cases, women are affected, and the
average age of patients is 65 years. The tumor is characterized histologically by the proliferation of basaloid and
squamous cells with abrupt trichilemmal keratinization, and varying degrees of cytologic atypia. This is a case
of an uncommon tumor on a rare location of a young male, and only one similar case has ever been reported [2].

Spontaneous regression has been observed in skin lesions of melanoma, basal cell carcinoma, seborrheic ke-
ratosis, histiocytoma, and neurofibroma [3]. However, this is the first report of a case in PTT. With regard to
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cutaneous tumors, particularly melanoma, there is evidence suggesting that the immune system plays a central
role in mediating tumor regression [4]. In the tumor regression area, atypical epitheloidal cells with atrophic
changes were observed. The number of infiltrating cells is much higher in the lesion after regression compared
with that before regression. In addition, CD4" and CD8" T cells have predominantly infiltrated the shrinking le-
sion, indicating that the immune-response has induced spontaneous regression of the tumor. Fujimura et al. [5]
described a case of basal cell carcinoma with spontaneous regression and assessed the profiles infiltrating lym-
phocytes, which revealed an increase in effector T cells and a decrease in immunosuppressive cells, including
regulatory T cells and CD163" M2 macrophages in the tumor regressing area.

Resection of the tumor with a 1 cm conservative margin of normal tissue and accurate follow-up is the treat-
ment of PTT [1]. We initially planned to perform a skin graft in our case, but because the tumor had shrunk, we
just performed a simple resection. We performed surgery, because it was what the patient desired. Depending on
the individual case, observing the course of patients with a PTT that spontaneously regresses would seem to be
one of the treatment options.
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