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Özet

Abstract

Situs inversus totalis, bronşektazi ve sinüzit triadı Kartagener sendromu olarak ta-

The triad of situs inversus totalis, bronchiectasis and sinusitis is known as Karta-

nımlanmış olup siliopatiler olarak bilinen hastalık gurubundadır. Bu vaka ile 10 yıl-

gener syndrome which is among the diseases with ciliopathies. Herein we present

lık madde bağımlılığı hikâyesi olan Kartagener sendromu tanılı 21 yaşındaki erkek

a case of cerebral abscess and extraaxial empyema detected in a 21-year-old male

hastada saptanan serebral abse ve ekstraaksiyel ampiyem olgusunu paylaşmak-

patient with Kartagener syndrome and a 10-year history of substance abuse. Pre-

tayız. Hastanın preoperatif BT, MRG bulguları ve postoperatif komplikasyonları su-

operative CT, MRI findings and postoperative complications are presented with

nulmakta olup, primer silier diskineziler klinik ve radyolojik olarak gözden geçiril-

clinical and radiological review of primary ciliary dyskinesia. The consideration of

mektedir. Çocuklarda sık tekrarlayan öksürük, rinit ve otitis media durumunda pri-

primary ciliary dyskinesia in the differential diagnosis of frequent occurence of

mer silier diskinezinin ayırıcı tanıda düşünülmesi önemli olup hastalığın erken ta-

cough, rhinitis and otitis media in children is crucial since early diagnosis is known

nısı kısa ve uzun dönem morbiditeyi etkilemektedir.

to affect the short term and long term morbidity.
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Introduction
Primary ciliary dyskinesia is an autosomal recessive disorder
in which neonatal respiratory stress, recurrent upper and lower respiratory tract infections are common as a result of the
disturbance in the mucociliary clearence. Situs inversus totalis
and other lateralization anomalies can be seen with half of the
cases with primary ciliary dyskinesias [1]. The presence of situs
inversus totalis, bronchiectasis and sinusitis triad is known as
Kartagener syndrome.
Herein we report a case of 21-year-old male patient diagnosed
with Kartagener syndrome who has a 10-year history of substance abuse. The patient was diagnosed with cerebral abscess
and extraaxial empyema as a complication of recurrent otitis
media.
Case Report
A 21 year-old male patient diagnosed with Kartagener syndrome eight years ago was admitted to the emergency service
with fever and loss of consciousness following a recent otitis
media attack. The patient had a ten-year history of substance
abuse.
The patient underwent cranial CT and MRI. In the cranial
CT,subdural effusion with a thickness of 6 mm was detected in
the left parietal lobe. Effacement of the cortical sulci in the left
cerebral hemisphere and compression of the left lateral ventricle suggestive of brain edema were observed. There was a
5 mm shift of the midline to the right (Figure 1). In the cranial
MRI, extraaxial empyema in the left side causing compression
to the left lateral ventricle and abscess formations with peripheral contrast enhancement were detected in the left temporal
lobe as well as dural contrast enhancement (Figure 2).
The condition was accepted as emergent and the patient underwent surgery in the neurosurgery department. The pathology of the excised lesions in the left temporal lobe was in accordance with abscess and exudative-fibrinous material. After
three weeks of postoperative antibiotic treatment cranial MRI

Figure 2.In the preoperative cranial MRI, extraaxial empyema in the left side
causing compression to the left lateral ventricle in the axial T2 weighted sequence
(a), two hyperintense lesions in the left temporal lobe with a hypointense rim of
peripheral edema suggestive of abscess (b) are observed. In axial FLAIR sequence
the lesions in the left temporal lobe are hypointense with peripheral edema (c).
In the axial T1 weighted sequence hypointensity is seen in the temporal lobe
(d), while hypointense lesions with peripheral contrast enhancement and dural
contrast enhancement are detected in postcontrast axial (e) and coronal (f) sequences.

Figure 3.In the postoperative cranial MRI, axial T1 weighted (a,b), coronal T2
weighted (c), axial FLAIR (d) sequences reveal craniectomy defect in the left cerebral hemisphere, hyperintense subdural and cephal hematoma in the left frontotemporoparietal lobe which are communicated with a dural defect and hyperintensity in the left temporal lobe and compression of the left lateral ventricle are
detected. In postcontrast T1 weighted axial (e) and coronal (f) sequences contrast
enhancement is detected in the extraaxial hematoma, intraparenchymal and
cephal hematoma in the left temporal lobe.

was repeated for follow-up. Late subacute phase subdural and
cephal hematoma in the left frontotemporoparietal lobe which
were communicated with a dural defect were detected. There
was also a intraparenchymal hematoma in the left temporal
lobe which caused compression of the left lateral ventricle
(Figure 3). The patient was discharged when the infection was
treated with the suggestion of follow up. At the time of the
discharge sensorial aphasia was present.

Figure 1.In the cranial CT subdural effusion with a thickness of 6 mm is detected
in the left parietal lobe. Effacement of the cortical sulci in the left cerebral hemisphere and compression of the left lateral ventricle are observed. There is a 5 mm
shift of the midline to the right
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Discussion
Cilia play a key role in the cellular movement, diffusion and reproduction. Disturbance in the ciliary structure and function are
seen in a group of disorders called ciliopathies. Primary ciliary
dyskinesia, which is the prototype of the ciliopathies, is estimated to be affecting 1 in 15–30 000 live births [2]. Most patients with primary ciliary dyskinesia are presented with neonatal respiratory failure and hypoxemia. Insufficient mucociliary
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clearence leads to recurrent upper and lower respiratory tract
infections such as otitis media, sinonasal polyposis, sinusitis,
pneumonia, bronchitis and atelectasis [3,4].
Radiological signs of primary ciliary dyskinesia are peribronchial thickening, air trapping, atelectasis and brochiectasis which
are mostly seen in the middle and lower zones of the lungs.
The distribution of these signs are valuable in the differential
diagnosis of cystic fibrosis which has a predilection of the upper lobes [5,6]. Analysis of the cilia obtained by nasal scrape
or brush is the gold standard in the diagnosis of primary ciliary dyskinesia. Many patients are diagnosed with their clinical
phenotype, abnormal ciliary structure detected by electron microscopy and disturbed ciliary function observed by microscopic
techniques [7].
Primary ciliary dyskinesia is usually diagnosed late due the
frequent occurrence of cough, rhinitis and otitis media in children. In this case report,complications related to recurrent otitis
media were emphasized in a patient with delayed diagnosis of
Kartagener Syndrome. Dissemination of infection from the ear
and temporal bone causes several intracranial and extracranial
complications. Infection spreads mainly by three routes, which
are direct extension, thrombophlebitis, and hematogenous dissemination. The intracranial complications of poorly treated and
untreated otitis media are intracranial abscess, meningitis and
lateral sinus thrombosis. Extracranial complications are mastoiditis, petrositis, facial nerve paralysis, labyrinthitis and persistent effusion with hearing loss, cholesteatoma and Bezold’s
abscess. A multidisciplinary approach with early diagnosis, antibiotic and surgical treatments have caused a significant reduction in the number of complications due to otitis media [8].
Consideration of primary ciliary dyskinesia in the differential
diagnosis is crucial since early diagnosis is known to affect the
short term and long term morbidity.
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