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CASE REPORT

Metastatic trichilemmal carcinoma in a patient

with breast cancer

Chrysis Sofianos, Nkhensani Y Chauke, Alexandra Grubnik

SUMMARY

Trichilemmal carcinoma (TC) is described as a very rare
cancer of the skin adnexa.” ? Ninety per cent of the
lesions present on the scalp. Prognostic factors in TC are
limited to lymph node status and surgical margins, with
no statistical significance observed for age or gender of
the patient, size of tumour or locoregional recurrence.
We present a 46-year-old black patient who developed
TC during treatment for breast cancer. Postoperative
histology of the scalp lesion excision confirmed no
involved margins. At the three monthly appointment, the
patient was reviewed and multiple, new scalp lesions
were noted. A CT scan of the head, neck found multiple
lesions on the scalp, limited to the soft tissue, not
involving the outer table of the skull. There was bilateral
invasion of the parotid glands. To the best of our
knowledge, no syndromes or associations between
breast cancer and adnexal skin tumours exist.

BACKGROUND

Trichilemmal carcinoma (TC) is described as a very
rare cancer of the skin adnexa. It has an indolent
nature and typically occurs in elderly patients on
areas of the body exposed to the sun." ? Ninety per
cent of the lesions present on the scalp.’ There is
no gender predilection.”

CASE PRESENTATION

A 46-year-old, black woman, a domestic worker
was referred to the multidisciplinary breast unit at
our institution by a general practitioner with a fun-
gating breast mass that was first noticed 11 months
prior. She had no comorbidities, reported an active
lifestyle and was not overweight. On physical
examination, pallor was noted. A 5X6 cm, ulcera-
ting mass was identified in the upper outer quad-
rant of the breast. The patient had matted axillary
lymph nodes. Incisional biopsy revealed an invasive
breast carcinoma that was oestrogen receptor
(ER)-positive, progesterone receptor (PR)-negative
and human epidermal growth factor receptor-2
(HER 2) equivocal.

INVESTIGATIONS
Renal function tests, liver function tests, a chest
X-ray and an abdominal ultrasonography revealed
no abnormalities.

DIFFERENTIAL DIAGNOSIS

TREATMENT

A management plan was formulated, after review
by our oncology service. The approach would be
neoadjuvant chemotherapy, followed by mastec-
tomy and radiation therapy. Tamoxifen and gosere-
lin acetate would be initiated after the completion
of chemotherapy.

A course of cytotoxic chemotherapy, which
included docetaxel, was completed over an 8-week
period. Tamoxifen and goserelin acetate were then
initiated and the patient was referred back for a mast-
ectomy. During the preoperative workup, a scalp
lesion was identified. Clinically, this was a 5X5 cm
lesion on the vertex of the scalp. A mastectomy with
axillary lymphadenectomy was performed, coupled
with an incisional biopsy of the scalp lesion.
Pathological analysis of the breast specimen revealed
an invasive breast cancer of no specific type with an
in situ, high-grade, ductal component. Of the 11
lymph nodes examined, 8 were positive, with exten-
sive perinodal spread and soft tissue deposits. The
biopsy of the scalp lesion showed a trichilemmal car-
cinoma. Wide local excision of the scalp lesion was
performed, with 1 cm margins down to the subga-
leal plane and a split thickness skin graft used to
cover the defect. Postoperative histology of the scalp
lesion excision confirmed no involved margins.

OUTCOME AND FOLLOW-UP

The patient was subsequently reviewed as an out-
patient for 8 weeks; the scalp had healed, with
no subsequent lesions noted. At the 3-month
follow-up appointment, the patient was reviewed
and multiple scalp lesions were noted (figure 1).
The patient appeared unwell and pale, and had
marked facial oedema with unilateral right-sided
parotid enlargement, a prominent postauricular
lymph node on the left and multiple cervical and
supraclavicular lymph nodes bilaterally.

A CT scan of the head, neck and upper chest
found multiple lesions on the scalp, limited to the
soft tissue and not involving the outer table of
the skull. There was also a bilateral invasion of the
parotid glands with preauricular and postauricular
lymphadenopathy. Significant cervical adenopathy,
including supraclavicular nodes, was identified.
Biopsy revealed a histological diagnosis of TC in
the new scalp lesions and cervical lymph nodes.
The patient unfortunately died before further man-
agement could be instituted.

DISCUSSION

BM)
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Figure 1

Recurrence of lesion postexcision and skin graft.

the malignant counterpart of trichilemmoma.® It is often mis-
taken for other skin cancers, such as squamous cell carcinoma,
basal cell carcinoma or nodular melanoma.”

TC can develop de novo from actinically damaged skin, from
chronic burn scars, in patients with repeated ionising radiation
exposure and in xeroderma pigmentosum.! ® * Immunosuppression
and human papilloma virus infection have also been implicated."”

The tumour is typically exophytic with a keratotic crust and is
usually present for less than a year.! ' Accelerated growth
prompts consultation.!

The clinical features of malignant transformation result from
the combination of an overlying area of scalp alopecia, with a
size >5 cm, locations other than the scalp, accelerated growth
and areas of ulceration.” Histologically, one observes increased
mitotic activity, increased proliferative index and activity beyond
the basal layer of the skin.'? Other features include characteris-
tic trabeculae with peripheral palisading of cells extending to
the level of the dermis.” These findings are presented in table 1.

Malignant transformation progresses histologically through
three stages, namely the adenomatous, epitheliomatous and
finally the carcinomatous stage.'> Malignant cells are observed
to reflect a loss of CD34 expression.'* TC exhibits biology that
is unpredictable with a capacity to invade local structures plus
distant metastasis.’ Ye et al'> proposed three groupings of pro-
liferating trichilemmal tumours within their 76-patient case
series, as presented in table 2.

The characteristically indolent nature of TC suggests that a
cure is possible with wide local excision.'® There is no current
consensus on surgical margins or follow-up for patients with TC.
Wilkie et al* suggested using margins for cutaneous squamous

5712

Table 1 Features of malignant transformation

Clinical Overlying scalp alopecia

Size >5 cm

Locations other than the scalp
Accelerated growth

Ulceration

Increased mitotic activity

Increased proliferative index

Activity beyond the basal layer

Peripheral palisading of cells extending to the dermal level

Histological

Table 2 Classification of proliferating trichilemmal tumours'®

Grade  Behaviour Spread Recurrence
Benign  » Localised Nil Nil

» Well circumscribed

» Modest cellular atypia
Low » lrregular Locally invasive  Local recurrence
grade » Locally invasive contours

» Extension into dermis and

subcutaneous tissue

High » Nuclear pleomorphism Lymph node High local
grade » Atypical mitosis involvement recurrence rate

» Lymphovascular invasion Distant

» Ulceration metastasis

» Necrosis

cell carcinoma, specifically those that are 4-6 mm in size. Zhuang
et al'® showed improved overall survival in their study when a
surgical margin of 1 cm was taken. Mohs micrographic surgery
could also be used for excision of TC, as it allows for immediate
assessment of surgical margins while preserving as much normal
tissue as possible; Kim et al'” reported no recurrence in
19 months of follow-up when using Mohs micrographic surgery
for excision of TC.

Metastatic workup for a patient with TC could include a CT
scan of the head and neck, a chest X-ray and a positron emission
tomography scan.'® Experience in the management of advanced
or metastatic cases of TC is limited. There is no data on the
utility of radiotherapy, although one patient has been reported
to be disease-free after wide local excision and adjuvant radio-
therapy.'® Furthermore, no well-defined chemotherapy protocol
for advanced TC exists.'® Partial remission with combination
cisplatin-cyclophosphamide treatment has been achieved.?® A
regimen of cisplatin, adriamycin and vindesine, as used in cases
of advanced squamous cell carcinoma, showed an ability to
restrict the progression of the tumour.*! Despite the lack of con-
sensus on a chemotherapy regimen for advanced TC, one
should still consider chemotherapy in cases of metastatic TC.'®

Prognostic factors in TC are limited to lymph node status and
surgical margins (1 cm), with no statistical significance observed
regarding the age or gender of the patient, the size of the
tumour or locoregional recurrence.'®

Our case features a patient with breast cancer who developed
the TC after chemotherapy and while undergoing tamoxifen/
goserelin acetate treatment. The rapid progression of the tumour
over a 4-week period resulted in metastases that were incurable.
To the best of our knowledge, there are no existing syndromes or
associations between breast cancer and adnexal skin tumours.

A case report of a kidney transplant recipient on immunosup-
pression, described by Hiramatsu®?, brought the relationship
between immunosuppression and a higher risk of cancer to the
fore; of note is that this patient specifically developed an aggres-
sive form of TC with subsequent metastatic spread. In the afore-
mentioned study, resultant clear margins were obtained;
however, the patient presented a year later with nodal spread,
which was further complicated by liver and lung metastases
5 months after that. Radiotherapy to the affected lymph nodes,
wedge excision of the liver metastases and pneumonectomy fol-
lowed by further radiotherapy did not prevent the eventual
demise of the patient.

Interestingly, our patient was dark skinned. The first reported
case of TC in a black patient (skin phototype VI) was described
in 2002.° Actinic damage has been described as an important
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factor in the pathogenesis of TC,! and cutaneous malignancies
are rare in dark-skinned individuals.” The pathogenesis of the
TC in our patient could have, therefore, been related to some-
thing other than actinic damage, although none of the other
proposed pathogenic mechanisms seemed to apply. Docetaxel
was part of the chemotherapy regimen administered to our
patient for her breast cancer. Docetaxel is known to cause a
variety of skin toxicities?® and has been linked to cases of skin
fibrosis.>* However, it has never been linked to skin cancer per
se. Other factors in the pathogenesis of TC are therefore
important and require further investigation.

In summary, we present a case of a black patient who devel-
oped TC during her treatment for breast cancer. Despite wide
local excision and careful follow-up, the patient died. The
aggressive nature of the tumour prevented chemotherapy or
radiotherapy. The pathogenesis of TC needs further study, and
the development of standard treatment approaches in metastatic
disease is also required.

Learning points

» The characteristically indolent nature of trichilemmal
carcinoma suggests a cure is possible with wide local
excision.

» There is no current consensus for excision margins for
trichilemmal carcinoma.

» Prognostic factors in trichilemmal carcinoma are limited to
lymph node status and surgical margins (1 cm), with no
statistical significance observed regarding the age or gender
of the patient, the size of the tumour, or locoregional
recurrence.
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