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Practice Points

= Multiple tumors of the follicular infundibulum (TFls) sometimes may have the potential for malignant trans-
formation; therefore, long-term supervision of TFl is strongly recommended.

= Eruptive forms of TFI are rare. In our patient, severe pruritus, the Kébner phenomenon, and the underly-
ing inflammatory cell infiltration of the tumors strongly suggested that eruptive TFI may represent a kind

of cutaneous reaction.

The etiology of tumor of the follicular infundibulum
(TFl) is unknown. Eruptive forms of TFl are rare.
We present the case of a 49-year-old woman with
multiple lesions on the arms, shoulders, trunk,
buttocks, and legs of more than .3 years’ dura-
tion. On clinical and histologic examination, a
diagnosis of multiple TFl was made. Additionally,
the patient presented with.other rare remarkable
features including severe pruritus, the Kdébner
phenomenon, and underlying inflammatory cell
infiltration of the tumors. These findings strongly
suggest that eruptive TFl may represent a kind of
cutaneous reaction.
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first described by Mehregan and Butler' in

a patient with multiple papules. It typically
presents as a solitary lesion that mainly affects the
face, neck, and upper trunk, and it generally occurs
in elderly patients with a female predilection and
occasional vulvar involvement. Sometimes TFI may
coexist with an unusual trichilemmal tumor or basal
cell carcinoma (BCC) with sebaceous or sweat duct
differentiation. Other features of TFI include an
eosinophilic cuticle, ductal differentiation, coronoid
lamellae, and desmoplasia. Interestingly, approxi-
mately one-fourth of reported TFIs were found to
be associated with other cutaneous lesions, includ-
ing BCC, actinic keratosis, desmoplastic malignant
melanoma, junctional melanocytic nevus, trichilem-
moma, and epidermal inclusion cyst.? Eruptive forms
of TFI are rare, presenting as macules, smooth or
slightly keratotic papules, or depressed lesions with
a flesh-colored erythematous or hypopigmented
appearance. We report the case of a 49-year-old
woman with multiple TFIs and some new features.

Tumor of the follicular infundibulum (TFI) was

Case Report

A 49-year-old woman presented with multiple
lesions on the arms, shoulders, trunk, buttocks, and
legs of more than 3 years’ duration. According to the
patient, multiple small, reddish papules gradually
appeared on the arms and legs approximately 3 years
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prior to presentation and were accompanied by con-
siderable pruritus. She sought medical assistance sev-
eral times at local clinics. A diagnosis of eczema and
prurigo was made and oral antihistamines and topi-
cal glucocorticoids were administered for more than
2 years. The pruritus was controlled to some degree
but recurred after discontinuation of treatment.
Five months later, the lesions flared up suddenly
and rapidly to the back and buttocks, just around the
skin areas treated with cupping glass, a traditional
Chinese therapy, for heat syncope. She reported con-
stant itching that kept her awake at night.

Physical examination revealed hundreds of ery-
thematous maculopapules scattered over the arms,
shoulders, trunk, buttocks, and legs. The individ-
ual lesions were minimally elevated, irregularly
shaped, and slightly scaly, and they were distrib-
uted in a relatively symmetrical manner. Some of
the lesions coalesced to form small plaques mea-
suring approximately 0.5 to 3 cm in diameter
(Figure 1). Interestingly, several annulated lesions
with a hypopigmented center and hyperpigmented
periphery could be observed at areas treated with
cupping glass, showing a typical presentation of the
Kobner phenomenon (Figure 2). No obvious associa-
tion with sun exposure or hair loss was detected. The
patient’s medical history was unremarkable and there
was no known family history of similar skin lesions.

The differential diagnosis included lichen. pla-
nus, prurigo, and adnexal tumors. Histopathologic
examination of biopsies from lesions on the back
and around the cupping glass areas revealed a benign
platelike proliferation of pale-staining epithelial cells
in the papillary dermis connected to the overlying
epidermis with a moderate lymphatic cell infiltra-
tion (Figure 3A). Weigert staining revealed a net-
work of elastic fibers surrounding the base of the
tumor (Figure 3B). The pale epithelial cells were
positive on periodic acid-Schiff staining (Figure 3C).
Immunohistochemical staining revealed that the
proliferation was positive for keratin 17 (Figure 3D).

These striking clinical and histological findings
suggested the lesions were multiple TFIs. Treatment
with tretinoin ointment 0.1% twice daily for
2 months was ineffective. The patient refused treat-
ment with either oral acitretin or dapsone or inva-
sive techniques such as lasers and cryotherapy. She
has been on careful follow-up for the last 2 years with
new lesions appearing intermittently.

Comment

The etiology of TFI still is unknown but may be
related to environmental factors or genetic changes.
Tumors of the follicular infundibulum generally
are classified as solitary, eruptive, associated with
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Figure 1. Erythematous maculopapules scattered over
the upper back. Lesions were minimally elevated,
irregularly shaped, and'slightly scaly, and they were
distributed in a relatively symmetrical pattern. Some of
the lesions coalesced to form small plaques measuring
approximately-0.5 to'3 cm in diameter.

Figure 2. Several annulated lesions with a hypopig-
mented center and hyperpigmented periphery
could be observed on the back at areas treated
with cupping glass, a typical presentation of the
Kébner phenomenon.

other lesions of Cowden disease, associated with a
single tumor, or TFI-like epidermal changes.” The
eruptive form has seldom been reported to date.
Eruptive TFIs are nonspecific, ranging in number
from several to more than 100. Clinical charac-
teristics and distribution of the lesions can vary
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from patient to patient, but the lesions tend to be
quite monomorphous, even in cases with more than
100 lesions.* Histopathologic features usually are
typical and distinctive, allowing its definite diag-
nosis. To confirm the diagnosis, the immunohisto-
chemical profile may be useful to characterize its
follicular origin, which is.positive for keratin 17.
Tumors of the follicular infundibulum usually are
benign; however, in one patient with more than
100 lesions, there was documented transformation
into BCC.> Due to the potential for malignant
transformation as well as its occurrence within the
spectrum of lesions associated with Cowden dis-
ease,®’ long-term supervision of TFI is strongly rec-
ommended, as was the case with our patient.

A remarkable feature in our case was the
patient’s severe pruritus, as most reported
cases have been asymptomatic. The increased
association with other cutaneous lesions,? the
Ko6bner phenomenon, and the underlying inflam-
matory cell infiltration of the tumors in our case
strongly suggested that eruptive TFI may represent
a kind of cutaneous reaction.

Conclusion
The clinical findings of severe pruritus and the
Kébner phenomenon in our patient further expand
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Figure 3. Histopathologically, a
benign platelike proliferation of
pale-staining keratinocytes and
follicular structures could be
observed in the papillary der-
mis connected to the overlying
epidermis with a moderate lym-
phatic cell infiltration (A)(H&E,
original magnification x40).
Weigert staining showed a net-
work of black-blue elastic fi-
bers at the base of the tumor (B)
(original magnification x200).
The pale kerat-
inocytes were
positive on peri-
odic acid-Schiff
staining (C)(origi-
nal magnification
X100). Immunohis-
tochemically, the
proliferation of
keratinocytes was
positive for keratin
17 (D)(diaminobenzi-
dine, original magni-
fication X100).

the constellation of the clinical presentation of the
eruptive variant of TFIL.
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