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ABSTRACT

We describe the case of a young male affected
by chronic pustular psoriasis of the lips that
remained the only manifestation of
acrodermatitis continua of Hallopeau (ACH)
for years before the onset of the characteristic

hand lesions.
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INTRODUCTION

Acrodermatitis continua of Hallopeau (ACH),
also known as dermatitis repens or pustular
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acrodermatitis, is an uncommon clinical variant
of pustular psoriasis.

Clinical presentation is quite monotonous
with chronic recurrent pustulation of the nail
fold, nail bed and tip of one or more fingers or
toes.

With time, it spreads proximally with
destruction of the nail matrix, and sometimes
it causes osteolysis and bone reabsorption.
Other modalities of clinical presentation have
not been reported so far [1].

We describe the case of a 25-year-old male
affected by chronic pustular psoriasis of the lips
that remained the only manifestation of ACH
for years before the onset of the characteristic
clinical hand lesions.

CASE REPORT

A 25-year-old male presented with a 2-year
history of erythematous and desquamative
cheilitis with pustules. The lesions were not
responsive to several treatment cycles with
corticosteroids and emollients.

Clinical examination showed that the upper
lip was erythematous, fissured and covered by
small

thick white-yellowish scales with

noncoalescing pustules. Skin examination was
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Fig. 1 Eryrthema, edema and scaling with small pustular
lesions of the lips

otherwise normal, and the oral mucosa, tongue
and nails did not present any lesions (Fig. 1).
The patient was otherwise in good health. He
reported no personal or family history of
psoriasis or any other
conditions and no history of smoking. He

denied any history of lip licking or contact

dermatological

with lipstick, topical antibiotics and steroids, or
other cosmetics.

Findings of hematology and
biochemistry tests, total IgE serum level and

routine

IgE microarray ImmunoCap assay were within
normal ranges. Bacteriological investigations of
the pustules were negative as well.

Patch testing with the standard series and
series of dental materials recommended by the
Italian  Society = of  Occupational and
Environmental Allergological
(SIDAPA) did not
sensitization [2].

A biopsy sample of the upper lip was
obtained for histopathologic evaluation; the
stratified
epithelium with confluent parakeratosis and
focal loss of the granular cell layer. Acanthosis
and irregular elongation of the rete ridges were

Dermatology

show contact allergic

analysis showed a squamous

also noted, with ectatic vessels and a
lymphocytic inflammatory cell infiltrate. There
were collections of neutrophils, with the aspect
of both Munro microabscesses (accumulation of

polymorphs within the parakeratotic stratum

corneum) and spongiform pustules of Kogoj
(small of neutrophils and
occasional lymphocytes beneath the keratin

accumulation

layer). No fungi or spirochetes were found
with specific stainings (Fig. 2a—c).

A diagnosis of psoriasiform cheilitis was
made.

The lip lesions were treated with calcipotriol
ointment twice daily for a month without any
Topical 0.1%

daily for a month was

improvement. tacrolimus
ointment twice
ineffective as well.

At the 4-month follow-up erythematous and
desquamative plaques with pustules developed
on the thenar eminence of the right hand and
fifth fingertip of the left hand (Fig. 3a, b). A skin
biopsy of the palm showed regular acanthosis of
the epidermis, with elongation of the rete
ridges, which tended to fuse with each other.
The overlying hyperkeratosis, ortho- and para-,
was filled with small aggregates of neutrophils,
observed even in the subcorneal location. Some
suprapapillary plates were thin, and the dermal
papillae were expanded by tortuous vessels;
there was an inflammatory infiltrate composed
of small lymphocytes, with mild exocytosis and
perivascular disposition (Fig. 4a, b).

The histological findings were consistent
with psoriasis.

Oral cyclosporine (200 mg/day) for 6 months
led to a complete remission of the lesions of the
lip and hands. However, 2 months after
interruption a relapse was seen. Low-dose oral
acitretin (25 mg/day) was administered, which
quickly cleared the pustular lesions of the lips
and hands, although a mild xerotic cheilitis
developed.

Compliance with Ethics Guidelines

Informed consent was obtained from the
patient for inclusion in the study.
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Fig. 2 a Histological image of the skin biopsy of the upper lip (x4). b Parakeratosis and focal loss of the granular cell layer
(x10). ¢ Spongiform pustules of Kogoj (x20). d Ectatic vessels and neutrophilic infiltrate (x20)

DISCUSSION

We have reported for the first time to our
knowledge a case of pustular acrodermatitis of
Hallopeau following chronic pustular cheilitis [3].

Labial psoriatic lesions as the first
manifestation of plaque type psoriasis have
been described in only seven patients so far
[4]. In these cases, chronic erythema, crackling
and scaling of the lips without pustulation
developed months to years before lesions in
other body areas appeared. Among these
patients, exclusive lip
reported in five
appearing in other body sites [4, 5]. To the
best of our knowledge, only one case of
acrodermatitis continua of Hallopeau preceded

involvement was

cases with no lesions

by papular and pustular psoriatic lesions of the
lower half of the face has been reported [6]. This
clinical course supports ACH as an acral variant
of pustular psoriasis.

Plaque type psoriasis of the lips has been
described in association with psoriasis of the
tongue, presenting whitish or grayish roundish
polycyclic  or plaques with an
erythematous halo of the tongue, palate and
gingiva and a fissured or geographic tongue [7,
8]. The clinical differential diagnosis must
consider irritative cheilitis, chronic eczema,
leucoplakia, actinic cheilitis and chronic
candidiasis [9]. In our case, these conditions
were not supported by histology.

Recent findings on the biology of psoriasis
can explain the rarity of oral and Ilabial

annular
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Fig. 3 Erythematous and desquamative plaques with pustules developed on the thenar eminence of the right hand (a) and

fifth fingertip of the left hand (b)

Indeed,
stratified squamous epithelium of the skin, the

localizations. unlike  Kkeratinized
transitional and mucosal epithelia do not
contain  corneodesmosin, an  epidermal
glycoprotein Keratinocyte
adhesion, an allelic variant of which has been
strongly associated with the development of
psoriasis [8, 10]. It is well known that traumas,
stress and  streptococcal
precipitate psoriasis; therefore mild traumas,

involved in

infection can

e.g., chronic friction from protruding teeth, or
environmental changes in infection can lead to
psoriatic lesions on the lips, especially in a
genetically predisposed subject [9, 11].

Isolated labial localization of plaque-type
psoriasis was reported successfully treated with
topical treatment with fluticasone propionate
cream [12], ointment [4] and
triamcinolone acetonide ointment [9]; however,
the pustular lesions of the present patient were
resistant to topical therapies but responsive to
both oral cyclosporine and acitretin.
shows
manifestation of pustular acrodermatitis of
Hallopeau and indicates that psoriasis of the
lips can be the sole presentation of psoriasis,

tacrolimus

Our case an unusual clinical

preceding the appearance of more typical
lesions by years.
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Fig. 4 a Skin biopsy of the left palm (x4). b Parakeratosis
and small neutrophil aggregates (x20)

Therefore, in chronic or recurrent
eczema-like labial lesions, resistant to topical
therapies, psoriasis should be suspected as the

differential diagnosis.
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