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INTRODUCTION

Cytomegalovirus infection and reactivation in
immunocompromised patients can lead to serious
systemic visceral involvement, such as pneumonitis,
hepatitis, meningitis, and gastrointestinal disease.’
Cytomegalovirus disease conveys a high risk of
morbidity and mortality." Cutaneous cytomegalo-
virus infections are not common, but they are of
increasing clinical significance. To date, the most
common presentation of cutaneous cytomegalovirus
infection is anogenital ulcer.” We present an atypical
case of cutaneous cytomegalovirus infection with
painful ulcers on the head.

CASE REPORT

A 62-year-old man presented with acute-onset
painful ulcers on the scalp and face. Significant
history included mycosis fungoides (granulomatous
and folliculotropic subtype), diagnosed at aged
52 years, and he underwent radiation therapy with
initial good response. He returned 1 year ago with
increasing lesions over the head and neck. Repeated
skin biopsy showed mycosis fungoides with
large-cell transformation. He was treated with
radiation therapy again, and interferon, with short-
lived response. However, the disease progressed to
involve extensive areas of skin. Imaging and
extensive evaluation confirmed that disease was
localized to the skin. He received gemcitabine;
however, he developed pneumonitis. Respiratory
evaluation with bronchoalveolar lavage did not
isolate cytomegalovirus. Chemotherapy regimen
was switched to brentuximab (he received 2 doses
3 weeks apart), with good response and resolution of
scalp and face plaques and erosion.

He presented 1 month later, with acutely
worsening painful ulcers on the scalp and face for
the past 2 weeks. On examination, there were
multiple discrete ulcers with necrotic crusts and

seropurulent discharge, some with scalloped edges,
over the bilateral temporal areas and vertex (Fig 1). A
swab of purulent exudate from the ulcers grew
Stenotrophomonas, and he began receiving
appropriate antibiotic according to sensitivity, with
minimal improvement. His immunocompromised
background raised suspicion of atypical viral
infection, and we performed tests for herpes
simplex virus, cytomegalovirus, and varicella zoster
virus with a polymerase chain reaction swab.
Cytomegalovirus polymerase chain reaction result
was positive, whereas that for varicella zoster virus
and herpes simplex virus was negative. Serum
cytomegalovirus polymerase chain reaction was
conducted to exclude systemic involvement, and
the result was negative. Punch biopsy of the scalp
was conducted, but the histology result from the
ulcer was unyielding, showing only fibrinopurulent
exudate with no evidence of cytomegalovirus (with
negative cytomegalovirus stain result). Treatment
with intravenous ganciclovir (5 mg/kg every
12 hours) was started, with rapid improvement in
pain and drying up of lesions noted on day 2 of
treatment (Fig 2). Intravenous ganciclovir was
switched to oral valganciclovir 900 mg twice daily
after 4 days because the patient wanted to be
discharged, and he completed a total of 14 days of
antiviral therapy, with further improvement to
baseline (Fig 3). During this period, treatment for
mycosis fungoides was withheld.

DISCUSSION

Cutaneous cytomegalovirus infection can have
variable manifestations, including morbilliform rash,
petechiae, purpura, plaques, nodules, papules,
edema, vesicles, bullae, erosions, vasculitis, and
pustules, the most common being ulcers." The
painful ulcers can be varied in character or
distribution. Anogenital ulcers are the most common
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Fig 1. Before initiation of ganciclovir.
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Fig 2. Day 2 of ganciclovir treatment.

manifestations (which could be due to preferential
latency of cytomegalovirus in the gastrointestinal
tract, leading to fecal shedding during reactivation®),
followed by oral ulcers."” To date, scalp and face
involvement has been rarely reported. Review of the
literature showed only 3 cases with involvement of
the face and scalp: case 1- an infant presenting with

multiple scalp ulcers, postulated to be due to
pressure ulcer from prolonged periods of
lying supine and becoming secondarily infected”;
case 2- a renal transplant patient who presented with
ulcerative lesions on the face, with cytomegalovirus
DNA detected in tissue, along with cytomegalovirus
antigenemia’; case 3- disseminated cutaneous
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cytomegalovirus manifestation with punched-out
ulcers and pustules involving the head, trunk, and
limbs after total-body electron beam irradiation for
mycosis fungoides.(’ Our patient shared the same
predisposing risk factor as case 3 because radiation
therapy may lead to local reactivation of the virus in
the skin of patients with latent cytomegalovirus
seropositivity. Another factor to consider in patients
with cutaneous T-cell lymphoma is that there could
be localized cytomegalovirus reactivation where
there is active cutaneous T-cell lymphoma or locus
minoris resistentiae.

Cytomegalovirus serology is not a routine
screening test among patients with cutaneous or
solid organ malignancy before initiation of
chemotherapy; similarly, in our patient, it was not
conducted previously. Cytomegalovirus reactivation
is common during conventional chemotherapy, but
it is probably self-limiting in many patients.’
However, cytomegalovirus seropositivity may play
a role in the development or transformation of
cutaneous T-cell lymphoma.®™ A small pilot study
also highlighted 2 subjects with Sézary syndrome at
an advanced stage that required numerous
treatments, both of whom were found to have
cytomegalovirus infection of the skin without
detectable cytomegalovirus DNA in the blood."’
This finding, similar to that in our patient,
suggests a possible role of latent or cutaneous
cytomegalovirus infection in complicating cuta-
neous T-cell lymphoma, especially in patients with

aggressive disease or in those with lack of response
to numerous lines of treatment for the lymphoma.

In summary, we present a case of atypical
cutaneous cytomegalovirus infection in a patient
with  transformed mycosis fungoides, with
excellent and rapid response to the first-line agent
(intravenous  ganciclovir  followed by  oral
valganciclovir) despite the aggressive clinical
presentation. Patients with cutaneous T-cell
lymphoma may have a different pattern of cutaneous
manifestations  of  cytomegalovirus  infection
compared with other immunocompromised
patients, who commonly present with perianal or
genital ulcers. Our patient presented with cutaneous
cytomegalovirus ulcers on the face and scalp as the
first and only manifestation, without any other organ
involvement. It is important to recognize the skin as
the first site of cytomegalovirus involvement and
institute treatment early because it can precede a
systemic or disseminated cytomegalovirus infection.
It is also crucial to consider cytomegalovirus
infection in the differential diagnosis of immuno-
compromised patients with skin ulcers that are
refractory to antibiotic treatment.
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