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ÖZET

Montelukast ile ilişkili Churg-Strauss sendromu

Beş gündür öksürük, nefes darlığı ve kan tükürme yakınması başlayan erkek hasta iki yıldır astım bronşiyale tanısıyla
flutikazon propionat ve salmeterol tedavisi kullanmaktaydı. İki hafta önce mevcut tedavisine inhaler steroid dozu azaltıl-
madan montelukast eklendiğini belirtti. Hastanın serum eozinofil sayısı 1460/mm3 (%15) ve immünglobulin E düzeyi 547
IU/mL idi. Toraks bilgisayarlı tomografisinde yamalı infiltrasyonlar saptanan hastanın bronkoalveoler lavaj sıvısında ve
transbronşiyal biyopside eozinofilik inflamasyon tespit edildi. Churg-Strauss sendromu tanısıyla prednizolon tedavisi baş-
lanan hastada üç aylık tedavi sonrasında tam yanıt elde edildi. Hasta halen flutikazon propionat ve salmeterol tedavisi al-
tında sorunsuz izlenmektedir.
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A young male with complaints of cough, dyspnea and hemoptysis was admitted. He was using fluticasone propionate and sal-
meterol for two years for his asthma. Leukotriene receptor antagonist was prescribed two weeks prior to his admission and no
reduction of his inhaled steroid therapy was performed. Eosinophil count was detected as 1460/mm3 (15%) and immunoglo-
bulin E level was 547 IU/mL. Thorax computerized tomography revealed patchy infiltration. Increased eosinophilic inflammati-
on were detected in bronchoalveolar lavage fluid and transbronchial biopsy. He received prednisolone treatment for Churg-Stra-
uss syndrome. Improvement was observed on three months follow up period. He has no complaint in his follow up.
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Churg-Strauss syndrome (CSS) is an important disease
that requires aggressive treatment and careful monito-
ring. Although it is a rare disease the number of reports
increased in the last two decades after leukotriene recep-
tor antagonists (LRA) become available in the field of
medicine (1-8). We present a young male with CSS in
which the disease developed following a course of the-
rapy with LRA without tapering his inhaled corticostero-
id treatment, and he never used systemic corticosteroid. 

CASE REPORT

Eighteen year old male was admitted to hospital beca-
use of cough, dyspnea and hemoptysis. He was on inha-
led corticosteroid and long acting bronchodilator treat-
ment (fluticasone propionate and salmeterol 500/50 µg
twice daily) for two years for his asthma. For his prog-
ressing dyspnea the therapy was modified as adding
montelukast for two weeks period without tapering his
corticosteroid dosage six months prior to the admission.
His first episode of hemoptysis was one month prior to
the admission. Physical examination findings on presen-
tation were as follows: body temperature, 36.7°C; pulse
rate, 78 beats/minute; respiratory rate, 18 breath/minu-
te; blood pressure, 120/70 mmHg; SpO2, 96%. Inspira-
tory and expiratory rhoncus were present on both lung
fields. Laboratory findings were as follows: white blood
cell, 9500/mm3; eosinophil count, 1460/mm3 (15%);
hemoglobin, 15 g/dL; hematocrit, 45%; platelet count:
275.000/mm3; erythrocyte sedimentation rate, 8
mm/hour. His urinary analysis was normal. Immunoglo-
bulin E level was 547 IU/mL (normal range: 0-100).
Computerized tomography (CT) of paranasal sinus was
compatible with bilateral maxillary sinusitis. Thorax CT
revealed bilateral, patchy infiltration without showing ge-
ographic distribution with upper zone predominance (Fi-
gure 1). Skin prick test and ocular fundus examination

were normal. His spirometric test results were compatib-
le with moderate obstructive defect (FEV1: 47%, FVC:
66%, FEV1/FVC: 59%) and early reversibility response
(29%) was present. Stool examination for parasite yiel-
ded no pathogen. Anti glomerular basement membrane,
c and p-ANCA levels were also negative. Fiberoptic
bronchoscopic examination was evaluated as normal
tracheobronchial tree and bronchoalveolar lavage (BAL)
and transbronchial biopsy was obtained from the lingu-
la. Microbiologic studies of BAL were negative for a pat-
hogenic agent. Cytopathological evaluation revealed
increased eosinophils in BAL fluid and intraparenchymal
and intraalveolar eosinophils in transbronchial biopsy
(Figure 2,3). The diagnosis of eosinophilic stage of CSS
was made due to coexistance of asthma, with peripheral
and BAL eosinophilia, infiltration on chest films, maxil-
lary sinusitis, and the compatible biopsy findings. Patient
was considered as eosinophilic phase of the disease be-
cause transbronchial biopsy was not compatible with
vasculitis. Corticosteroid treatment with prednisolone 1
mg/kg was started. A significant radiological and clinical
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Figure 1. Thorax CT revealed patchy infiltration without sho-
wing geographic distribution.

Figure 2. Increased eosinophils in BAL fluid (HE, x400).

Figure 3. Intraparenchymal and intraalveolar eosinophils in
transbronchial biopsy (HE, x400).



improvement was observed on three months follow up
period.

DISCUSSION

In this report we presented a case diagnosed as CSS who
used LRA but did not receive systemic corticosteroid tre-
atment and also unchanged inhaled corticosteroid dose.

Three clinical stages for CSS have been described as
prodromal, eosinophilic (vasculitic) and postvasculitic
stage (9). The eosinophilic phase is diagnostic hallmark
of early stage CSS (9). The BAL in the present case had
striked eosinophilia (> 90%), and transbronchial biopsy
was compatible with eosinophilic pneumonia only. The-
re was no finding about kidney involvement. 

There are many reports concerning the relationship bet-
ween CSS and asthma medications such as zafirlukast,
montelukast and pranlukast treatments (1-8). Food and
Drug Administration (FDA) reported that 146 patients
developed CSS in association with use of LRAs (6). The-
se reports are mainly consisted of tapering of systemic
corticosteroid treatment so concluded that main mecha-
nism of CSS was considered to be an unmasking effect
of the corticosteroid therapy. Another study who evalu-
ated group of patients in respect to steroid usage or ta-
pering concluded that most of the patient population we-
re based on patients without alteration of steroid therapy
and concluded that there is a casual relationship betwe-
en LTA and CSS (10). There have been cases of CSS de-
veloping in asthmatic patients who had received the LRA
zafirlukast and montelukast without recent tapering of
corticosteroids (11,12). In the present case, there was
no history of systemic corticosteroid usage, or dose re-
duction in the inhaled corticosteroid treatment when he
was prescribed LRA. However, he was given LRA mon-
telukast for two weeks, six months prior to his admissi-
on. Therefore, we believe that the hypothesis of tapering
of corticosteroids unmasks the underlying CSS was not
applicable to the present case. There is a case report
about zafirlukast therapy and CSS in a patient who had
no prior corticosteroid usage as our patient (13). Guilpa-
in et al. also reported two cases of CSS due to montelu-
kast who also did not receive systemic corticosteroid
therapy before CSS diagnosis was made (14). So we be-
lieve that the drug-montelukast itself caused CSS con-
tary to Jamaleddine et al. who declared that there is no
evidence of LRAs as the development of CSS (1). Since,
there have been many other drugs besides LRAs as res-
ponsible for the development of CSS (15). Another dif-
ference in the presented case is although clinical risk
factors for CSS are reported to be moderately severe or
severe asthma; our patient had mild asthma (13).

In conclusion we suggest that CSS is related to LTRA
therapy rather than steroid tapering effect. CSS could
be developed in patients receiving LTRA without tape-
ring steroid therapy so attention about CSS develop-
ment is necessary. 
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