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Abstract: Trichilemmal carcinoma is a rare adnexal neoplasia with histologic features reminiscent of the outer root sheath
of hair follicles. The clinical presentation of trichilemmal carcinoma is variable, as it may mimic basal cell carcinomas and
squamous cell carcinomas, thus requiring histologic diagnosis. We report the case of a patient with aggressive trichilemmal

carcinoma in the auricle.
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INTRODUCTION

Trichilemmal carcinoma (TC)—also known as trichilemmo-
carcinoma—is a rare neoplasm that manifests as an asymptomatic
exophytic or polypoid mass located in sun-exposed areas in older
adults. TC may mimic basal or squamous cell carcinomas, keratoa-
canthomas and proliferating pilar tumors (PPT)."? While described
as locally destructive, surgical excision is reported to have positive
clinical outcomes with low metastatic and recurrence rates.® Here-
in, we report the first Colombian case of a TC in an older adult,
involving the retroauricular region.

CASE REPORT

An 84-year-old man presented to our clinic with a 5-year
history of an ulcerated tumor arising from his left retroauricular
region, with local destruction of the auricle (Figures 1 and 2). One
year before, a biopsy performed at another institution reported it
as a sclerodermiform basal cell carcinoma with squamous differ-
entiation. A new biopsy was performed, identifying a multilobular
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tumor with polygonal cells, palisade arrangement with focal inver-
sion, and a thick hyaline membrane surrounding each lobule; some
segments with foci of trichilemmal keratinization, cytological atyp-
ia, high mitotic index and atypical mitotic figures (Figure 3). These
findings were compatible with a TC. A head-and-neck computed
tomography (CT) scan showed no other pathological findings. The
patient underwent total auriculectomy, parotidectomy and lymph-
adenectomy.

DISCUSSION

Malignant hair follicle tumors account for 1% of adnexal
carcinomas.® Prior to 2014, a total of 103 cases of TC had been report-
ed; 60% of these cases occurred in men, 51% involved the face, and
the average age of the patients was 72.5 years.! Although the patho-
genesis remains unclear, documented risk factors are ultraviolet ra-
diation, solid organ transplant, immunosuppression, scars, burns,
and genetic diseases like xeroderma pigmentosum and Cowden
disease.! TC may also develop on seborrheic keratosis, nevus seba-
ceous, discoid lupus scarring and tuberculosis verrucosa cutis.">7#
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FIGURE 2:
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Clinical manifestations are variable, mimicking basal or
squamous cell carcinomas, keratoacanthomas and nodular melano-
mas, but TC usually behaves as a benign tumor and is amenable to
curative resection with conventional surgery. Some authors suggest
that safety margins greater than 1 cm are associated with increased
overall survival."**#? Nonetheless, safety margins of 1 cm have been
used safely and cost-effectively.* However, over the past decade,
Mohs micrographic surgery has been shown to have higher recur-
rence-free rates, becoming the gold standard treatment to preserve
the surrounding healthy tissue.'® Additional therapeutic approach-
es include treatment with 5% imiquimod applied three times per
week for eight weeks, for which no relapse has been observed at
sixteen-month follow-up, and adjuvant radiotherapy for patients
with high-risk disease.''® Since there are few articles reporting met-
astatic disease, magnetic resonance imaging and CT scan have been
proposed as additional work-up studies for patients with TC.® There
are currently no guidelines for treatment or follow-up of TC, but
it is recommended that these tumors be treated as non-melanoma
skin cancers.!

Unlike the usually less aggressive behavior of trichilemmal
carcinomas reported throughout the literature, our patient present-
ed with a locally aggressive tumor that, considering the previous bi-
opsy reporting the lesion as a sclerodermiform basal cell carcinoma
with squamous differentiation, posed a diagnostic challenge.

In conclusion, this is a case of a locally aggressive trichilem-
mal carcinoma. Although initially diagnosed as a basal cell carcino-
ma, the tumor had histopathological features comparable to those
reported throughout the literature for trichilemmal carcinoma,
strongly supporting the diagnosis of this rare entity, which remains
a challenge for dermatologists and pathologists. O

Ficure 3: Histopathological features. (A) Lobular lesion with connection to epidermis, comprising polygonal cells with atypical nuclei,
increased mitosis, peripheral palisading, with foci of trichilemmal keratinization. (Hematoxylin & eosin, x4). (B) Tumor lobules surrounded
by hyaline basement membrane (Hematoxylin & eosin, x10). (C) Tumor cells with several atypical mitoses (Hematoxylin & eosin, x40)

An Bras Dermatol. 2018;93(4):579-81.



Locally aggressive trichilemmal carcinoma

REFERENCES
and comprehensive review of the literature. Dermatol Surg. 2014;40:711-7.

Case Report. Korean J Ophthalmol. 2009;23:301-5.

Transplantation Patient. Transplant Proc. 2015;47:155-7.

2013;1:499-502.

Trichilemmal carcinoma: case report. An Bras Dermatol. 2011;86:991-4.

AUTHORS CONTRIBUTION

Ana Maria Maya-Rico 0000-0002-1609-4529
Elaboration and writing of the manuscript; Critical review of the literature
Catalina Jaramillo-Pulgarin 0000-0003-0708-8247

Elaboration and writing of the manuscript; Critical review of the literature

Hamman MS, Brian Jiang SI. Management of trichilemmal carcinoma: an update
Lee JH, Shin YW, Oh YH, Lee YJ. Trichilemmal Carcinoma of the Upper Eyelid: A

Hiramatsu K Sasaki K, Matsuda M, Hashimoto M, Eguchi T, Tomikawa S,
et al. A Case of Trichilemmal Carcinoma With Distant Metastases in a Kidney

Zhuang SM, Zhang GH, Chen WK, Chen SW, Wang LP, Li H, et al. Survival study
and clinicopathological evaluation of trichilemmal carcinoma. Mol Clin Oncol.

Roismann M, Freitas RR, Ribeiro LC, Montenegro MF, Biasi LJ, Jung JE.

Angela Londofio-Garcia

581

Sia P, Figueira E, Allende A, Selva D. Malignant hair follicle tumors of the periorbital
region: A review of literature and suggestion of a management guideline. Orbit.
2016;35:144-56.

Sajin M, Luchian MC, Hodorogea Prisacaru A, Dumitru A, Patrascu OM, Costache
D, et al. Trichilemmal carcinoma - a rare cutaneous malignancy: report of two
cases. Rom J Morphol Embryol. 2014;55:687-91.

Kim YH, Lee YK, Choi KW, Lee CY, Kim KH. A Case of Trichilemmal Carcinoma
Treated with Mohs Micrographic Surgery. Ann Dermatol. 2008;20:157-61.

Yi HS, Sym SJ, Park J, Cho EK, Ha SY, Shin DB, et al. Recurrent and Metastatic
Trichilemmal Carcinoma of the Skin Over the Thigh: A Case Report. Cancer Res
Treat. 2010;42:176-9.

Tolkachjov SN, Hocker TL, Camilleri MJ, Baum CL. Mohs micrographic surgery in
the treatment of trichilemmal carcinoma: The Mayo Clinic experience J Am Acad
Dermatol. 2015 ;72:195-6

0000-0003-2209-9972

Approval of the final version of the manuscript; Conception and planning of the man-
uscript; Effective participation in research orientation; Critical review of the manuscript

Bibiana Pefia-Ztniga

0000-0003-3519-0572

Approval of the final version of the manuscript; Intellectual participation in propaedeu-
tic and/ or therapeutic conduct of the cases studied; Critical review of the manuscript

How to cite this article: Maya-Rico AM, Jaramillo-Pulgarin C, Londofio-Gaviria A, Pefia-Zuiiga B. Locally aggressive trichilemmal carcinoma.

An Bras Dermatol. 2018;93(4):579-81.

An Bras Dermatol. 2018;93(4):579-81.




