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(Table 1). BAT and HRT were negative to Shiitake in two
controls. An endoscopy study was performed showing
contractions on the medium and distal third of oesophagus
like a bamboo joint and the histological study showed up to
nine eosinophils in the oesophageal mucosa.

Although clinical symptoms and macroscopic images from
the endoscopic study suggested an eosinophilic oesophagi-
tis, the number of eosinophils was not diagnostic. However,
some authors suggest that a number of 7-20 eosinophils in
oesophagic mucosa could be a probable eosinophilic
oesophagitis.® The fact that the Shiitake is not a frequent
food and that the patient refused to eat it due to the
symptoms could be responsible for the microscopic findings.
Moreover, as there is not a commercial extract available for
this mushroom, prick-to-prick has to be done and a home-
made extract has been obtained from Shiitake showing
specific positive results in in vitro tests supporting the
in vivo test findings.

We describe a case of food allergy manifested as
oesophageal symptoms due to Shiitake mushroom. Moreover,
in vitro tests such as BAT and HRT using home-made extract is
a useful technique to diagnose food allergy.
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Treatment of telangiectasia macularis
eruptiva perstans with montelukast

To the Editor:

Telangiectasia macularis eruptiva perstans (TMEP) was first
described by Parker in 1930." It is a form of cutaneous
mastocytosis, and is differentiated from other forms such as
urticaria pigmentosa, solitary mastocytoma, and diffuse or
systemic mastocytosis by its refractory nature and/or lack of
systemic associations. All forms have in common excessive
accumulation of mast cells, whether localised to the skin or
generalised to involve internal organs.

Although TMEP typically occurs in adults, a few cases have
been reported in children.? It may rarely be inherited.
Chang et al. reported a case of TMEP affecting members of
three generations, with onset during childhood, supporting
the hypothesis of an autosomal dominant mode of inheri-
tance.? Clinically, TMEP presents with cutaneous telangiec-
tasia as the most important feature. Clinical presentation
consists of red telangiectactic macules, with subtle and
discrete papules and accompanying hyperpigmentation.
Darier’s sign, which is urtication after rubbing, is usually
negative in patients with TMEP as opposed to other forms of
mastocytosis in which it occurs. Lesions typically involve the
trunk and extremities, and facial involvement is rare.*>

Diagnosis of TMEP is confirmed by skin biopsy with the
finding of spindle-shaped mast cells. Special stains such as
Giemsa stain, Toludine blue, and Leders stain highlight mast
cells typically in the upper third of the dermis and around
capillaries. The presence of more than 5-10 mast cells per
high-power field in Giemsa or Toludine blue-stained tissue
sections is considered abnormal, thus confirming the
diagnosis®® (Figure 1).

Generally the lesions are refractory to treatment.
Different treatment modalities are used according to
clinical findings. We report a 4.5 year old boy with TMEP in
whom a good clinical response was achieved by administra-
tion of montelukast.

A boy was first seen at the age of 6 months (Figure 2) with
a history of pruritic erythematous macules on his trunk and
extremities. Darier’s sign was negative. The diagnosis was
TMEP with the clinical findings and skin biopsy. Laboratory
tests and physical examination revealed no systemic
involvement. Antihistamine treatment was given. Eighteen
months later, he still had pruritus and needed
supplementary high doses of antihistamine in addition to
regular doses. At 2 years of age, we added montelukast 4 mg
per day to treatment. We were able to stop the regularly
used antihistamine 2 months later. The patient is 4.5 years
old now, and uses the montelukast without almost any new
lesions and pruritus or side effects. He rarely needs
antihistamine. The pictures below show the lesions every
two years (Figures 2 and 3) and the skin biopsy microscopic
appearance in the first visit (Figure 1).
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Figure 1 Microscopic view of TMEP (telangiectasia macularis
eruptiva perstans). A. The mast cells are increased in
perivascular location. (HE x 100). B. A higher power view of
TMEP. (HE x 200). C. Telengiectatic blood vessels and perivas-
cular mast cells are seen. (Toluidine blue x 200).

Figure 2 March 2003, 6 month old boy. Maculopapular, pruritic
skin lesions; widespread on the trunk.

Figure 3 A, B October 2005, 3 year old boy. Maculopapular,
non-pruritic skin lesions. Colour faded; no new lesions. C. March
2007, 4.5 year old boy. Maculopapular, non-pruritic skin lesions.
Colour faded; no new lesions.

TMEP is a form of cutaneous mastocytosis. Other forms
include solitary mastocytoma and urticaria pigmentosa. The
course of TMEP appears to be benign but is uncertain as so few
cases have been reported and long term follow-up is lacking.
Some serious systemic disorders such as myeloproliferative
disorders, multiple myeloma and renal carcinoma have been
reported in association with TMEP in adult patients.”” Since
TMEP is a rare diagnosis in paediatric population the discussion
of treatment is limited mostly to the numerous cases in adults
which have a wide spectrum of severity. Currently no cure
exists for mastocytosis but some cases may be self limited. The
main goal of therapy is relief of symptoms and antihistamines
are often beneficial. Patients are educated to avoid stimuli
that increase mast cells and the release of histamine including
shellfish, alcohol, aspirin, envenomation by insects, and
physical triggers such as pressure. In severe cases both H1
and H2 histamine receptor antagonists such as hydroxyzine,
doxepine and cimetidine may help with pruritus, flushing and
gastrointestinal symptoms. Oral disodium cromoglycate may
also ameliorate gastrointestinal complaints. Psoralen plus
ultraviolet A (PUVA) may be of benefit, but its use on both
adults and children is usually reserved for those with severe
disease.'® Flashlamp pumped dye laser therapy has been used
successfully for cosmetic improvement in a few cases.® Other
treatment options include systemic and local corticosteroids as
well as topical, intralesional and systemic interferon.

Cysteinyl leukotrienes (Cys-LTs) are potent proinflamma-
tory mediators derived from arachidonic acid through the 5-
lypoxigenase (5-LO) pathway. They exert important phar-
macological effects by interaction with at least two
different receptors: Cys-LT1 and Cys-LT2. By competitive
binding to the Cys-LT1 receptor, leukotriene receptor
antagonist drugs such as montelukast, zafirlukast, and
pranlukast, block the effects of Cys-LTs and alleviate the
symptoms of many chronic diseases, especially bronchial
asthma and allergic rhinitis. Mast cells produce and release a
broad spectrum of mediators, including vasoactive amines;
products of arachidonic acid metabolism; and many proin-
flammatory, chemoattractive, and immunomodulatory
cytokines. CysLT1 inhibitor MK571 and FLAP inhibitor
MK886 decreased IL-5 and TNFa production after FceRI
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stimulation, implying autocrine signalling by cysteinyl
leukotrienes in mast cells. Although no reported measure-
ments of leukotrienes in patients with mastocytosis between
or during clinical flares are available, anecdotal reports
suggest a transient response to leukotriene antagonists used
to treat recalcitrant symptoms. Symptomatic relief has been
observed within the first month of treatment but tends to
wane thereafter. The role of leukotriene receptor antago-
nists in TMEP has not been evaluated before. In our patient
montelukast has resulted in an abrupt relief of symptoms.

In conclusion, the long term prognosis of TMEP is unknown
because reported follow-up information of childhood cases
is lacking. Currently, no curative therapy exists. Because it is
an infrequent disorder, controlled studies evaluating effi-
cacy of treatment modalities cannot be carried out and
treatment is usually based on data evolving from case
reports. To the best of our knowledge this is the first TMEP
case to be treated with montelukast. We have achieved an
abrupt and persistent clinical response through the use of
montelukast. However, to establish its role in TMEP and
identify the pathogenetic mechanisms involved, more
studies need to be implemented. We conclude that a trial
of leukotriene receptor antagonist drugs should be consid-
ered in patients with TMEP.
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Rapid oral tolerance induction to isoniazid
and pyrazinamide and controlled
administration of ethambutol: clinical case

To the Editor:

Tuberculosis is a curable infectious disease, prevalent
worldwide and potentially fatal if proper treatment is not
instituted on time. Currently the therapeutic regimens
include isoniazid (INH), rifampicin (RIF), pyrazinamide
(PZA), ethambutol (EMB) and streptomycin, all associated
to a high rate of adverse effects which can lead to treatment
failure.’ Hypersensitivity reactions to antituberculosis are
seen in 4-5% of the general population.? In cases of such
vital indication, when there is no alternative treatment
available, drug desensitisation may be indicated. However,
it should only be performed by specialised and experienced
physicians and under intensive surveillance.?

We report a case of a 26-year-old man, smoker, with no
previous pathologic condition, who was admitted to an
Infectiology Unit with the diagnosis of pulmonary tubercu-
losis and started on a regimen of INH, RIF, PZA and EMB at

the recommended dosages. On the tenth day of therapy he
developed a generalised pruriginous maculopapular rash,
fever and diarrhoea which progressively disappeared in the
following days. Four days later, all drugs except RIF where
reintroduced in the same posological regimen and 1.5 h later
he developed fever, hypotension, generalised maculopapu-
lar rash, as well as eosinophilia and rise in hepatic
transaminases, with progressive regression of the symptoms.
A third attempt at treatment was made 3 days later, with RIF
and EMB, with the development of dyspnoea, hypotension,
hypoxaemia, and generalised maculopapular rash 2.5 h later.
Once there was complete regression of symptoms, INH was
administered, with the development of fever and general-
ised maculopapular rash 10h later. After regression of
symptoms, PZA was administered, with the development
of fever, generalised maculopapular rash and redness and
oedema of the conjunctiva 45 min later. All the reactions led
to suspension of the drugs until complete remission of
symptoms. The severe reactions were treated with adrena-
line, corticotherapy, hydroxizine and supplemental oxige-
notherapy and the milder reactions with hydroxizine. Given
the need of rapid re-institution of therapy, our Immunoal-
lergy Department was contacted for evaluation. Skin testing
was performed to INH and RIF, using the pure substance to
the prick test and a 1:10 dilution to the intradermal test



	Treatment of telangiectasia macularis eruptiva perstans with montelukast
	References


