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Infectious dermatitis associated with  ®
HTLV-I: uncommon case in southern
Brazil simulating refractory

atopic dermatitis™

Dear Editor,

HTLV-I (human T lymphotropic virus type-l), a human retro-
virus discovered in the 1980s," infects preferentially CD4 T
lymphocytes. The worldwide prevalence is uncertain, with
an estimated 5 to 10 million infected individuals,? mainly in
Japan, Iran, Latin America, and Africa.*>*

Infectious dermatitis associated with HTLV-I (IDH) was
described in Jamaica in 1966, and associated with HTLV-1 in
1990, being a rare and treatment-resistant form of exuda-
tive dermatitis."*->

We describe a case of a seven-year-old girl, from the
south of Brazil, born through vaginal delivery, with severe
recurrent eczema since she was 18 months of age, when she
stopped being breastfed.

On examination, she had macerated, exudative, and foul-
smelling eczematous lesions on the scalp and retroauricular,
cervical, antecubital, and intergluteal regions; temporal
alopecia; crusts in the umbilical, perioral and nasal regions
(Figs. 1 and 2). Laboratory tests were normal, except
serology for HTLV-I/1l which was reactive, confirming the
diagnosis of IDH according to the criteria described in
Table 1.° The other viral serologies were negative. The
neurological examination was normal. Her mother also
had positive serology for HTLV-1/Il. Treatment with oral
sulfamethoxazole and trimethoprim was started, with sig-
nificant clinical improvement.

IDH usually starts in childhood and is considered an
early clinical marker of HTLV-I infection.®“ The main route
of transmission is through breastfeeding.®° Its pathogene-

* Study conducted at the Ambulatério de Dermatologia Sanitaria
do Rio Grande do Sul; Porto Alegre, RS, Brazil.

sis involves individual susceptibility, immune dysregulation,
bacterial superinfection, environmental antigenic stimula-
tion and persistent inflammation.* The pro-inflammatory
state may be related to the proliferation of T lympho-
cytes and high levels of IL-1, IL-6, TNFa and IFN«; elevated
IgE levels increase susceptibility to S. aureus and S. beta-
haemolyticus.*

Patients should be screened for HTLV-l in cases
of severe, resistant, recurrent eczema with secondary
infection.” Atopic dermatitis (AD) and seborrheic der-
matitis are the main differential diagnoses.* Histopathol-
ogy is non-specific and CD8 T lymphocytes predomi-
nate in immunohistochemistry. Approximately 10% of
those infected develop adult T-cell leukemia/lymphoma
and HTLV-l-associated myelopathy/adult tropical spastic
paraparesis.’~* Symptoms tend to show remission at puberty
but persist if they start at the adult age."*

IDH does not have a specific treatment or vaccine;
however, it usually responds to antibiotics such as sul-
famethoxazole and trimethoprim, and cephalexin, for long
periods, with recurrence being common.>* Infected indi-
viduals must be monitored due to the possibility of severe
neurological and lymphoproliferative complications.

The interruption of the transmission involves screening
blood donors, using condoms, family counseling, avoiding
breastfeeding, and avoid sharing needles.*

IDH is relevant in the practices of dermatologists, infec-
tologists, hematologists and neurologists and, despite its
absence from the lists of neglected diseases, the perception
is that it is very close to that situation.” It is not compulsorily
notified, and there are not even policies for the prevention
or care for the virus carriers.

We emphasize the importance of this case, as it occurred
outside the endemic areas in Brazil - which are the northern
and northeastern regions - and because it was managed as
a recalcitrant AD for a long period.
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Figure 1 (A-D), Eczematous and exudative lesions on the scalp, with areas of alopecia, and excoriations in the external auditory
canal. In A, a detail of the affected external auditory canal. C, infrapalpebral erythematoedematous areas and perilabial eczematous
lesions. D, eczematous lesions in the cervical and retroauricular regions; occipital alopecia.
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Figure 2

Table 1 Major criteria for the diagnosis of infectious der-
matitis associated with HTLV-I.

1. Presence of erythematous-desquamative, exudative and
crusted lesions on the scalp, retroauricular areas, cervical
and inguinal regions, axillae, perioral and paranasal skin,
ears, chest, abdomen and other sites

2. Crusts on the nostrils

3. Chronic recurrent dermatitis with immediate response to
appropriate therapy, but recurrence soon after
discontinuation of antibiotics

4. Diagnosis of HTLV-I infection by serological or molecular
biology tests

Adapted from La Grenade’ et al. apud De Oliveira et al.’

Of the four main criteria, three are necessary for the diagnosis;
1, 3 and 4 are mandatory.

Criterion 1 requires the involvement of three or more sites,
including the scalp and retroauricular areas.
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Laser-assisted delivery of imiquimod
in Brooke-Spiegler syndrome™ o

Dear Editor,

A 34-year-old female was admitted with Brooke-Spiegler
Syndrome (BSS). On dermatologic examination, confluent,
infiltrated papules compatible with trichoepithelioma were
detected (Fig. 1A, Fig. 2A).

Initially, the prominent lesions on the left nasolabial sul-
cus skin were ablated by full-field erbium: YAG laser applied
at the setting of 3-mm spot-size, 6 J/cm?, 10 Hz with 100 p.sn
pulse duration (Fotona, XS, Dynamis). Due to the require-
ment of sedoanalgesia for the remaining lesions, she was
offered fractional erbium: YAG laser and topical imiquimod
combination.

The pre-determined 4-week treatment cycles were
repeated for 6-months as monthly Ablative Fractional
Laser (AFL) applications immediately followed by imiquimod
cream applied 5 consecutive days per week for the first
2-weeks. This was followed by a treatment-free period of
2-weeks. Severe irritation occurred that subsided during
treatment-free periods. On 6-months control, her self-
reported score changed from 10 to O for the part treated
with full-field resurfacing and 10 to 2 for the parts treated
with a combination of AFL and imiquimod (Fig. 1). She
has been under follow-up for 1.5 years without recurrence
(Fig. 1B, Fig. 2B).

BSS is an autosomal dominant disorder characterized by
progressive, stigmatizing benign cutaneous neoplasms local-
ized on the facial skin and the scalp.

Surgical excision and alternative destructive modali-
ties were reported for BSS skin neoplasms.” The ideal
goal of interventions is to remove lesions without scar-
ring and dyspigmentation, still yet efficacious enough
to prevent recurrences. Recently, topical sirolimus and
imiquimod treatments were suggested as non-invasive
approaches.'™

* Study conducted at the University of Health Sciences, Gul-
hane Training and Research Hospital, Department of Dermatology,
Ankara, Turkey.

The first observation on the efficacy of imiquimod was
reported in a case with Multiple Facial Trichoepitheliomas
(MFT).* Topical tretinoin was introduced in the 6" month
to improve the penetration of imiquimod. This combination
was continued till 3™ year. A retrospective study reported
partial response after 32-weeks of imiquimod treatment in
two BSS patients.” These treatment durations are signifi-
cantly longer when compared to the approved indications
of imiquimod (Table 1). In a single-subject case study, the
efficacy of various treatments was evaluated. Two sites
received either imiquimod or the combination of AFL and
imiquimod. On the 3 month, topical imiquimod wasn’t

Figure 1 (A), On admission, multiple confluent, flesh-
colored, infiltrated papules were detected on the nasal dorsum,
bilateral alar grooves, and nasolabial regions. (B), At last
control, the left nasolabial sulcus skin demonstrated a mild
hypopigmentation. A prominent regression that was scored 80%
by the patient was noted for the remaining parts receiving laser-
assisted delivery of imiquimod.
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