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CASE REPORT OLGU SUNUMU

A Single Disease with Double
Complications: Crohn’s Disease

Bir Hastalik, iki komplikasyon: Crohn Hastaligi

Aysun Yakar', Fatih Yakar?, Fatmanur Karakése?, Hatice K. Ozcelik?, Kibra Agik?
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Abstract

Ozet

Crohn’s disease (CD) is a chronic inflammatory dis-
ease of the gastrointestinal tract. Extra intestinal
manifestations of CD may involve almost every organ
system. Thrombosis and thromboembolic events are
more frequent than in the normal population; addi-
tionally, drugs that are used to control disease activity
have many side effects. One of the main problems
associated with these drugs are immunosuppression,
which may lead to many infections and malignancy.
We present a case of 62-year-old woman, who has
been diagnosed with Crohn’s disease. She was ad-
mitted with complaints of shortness of breath. The
patient was diagnosed with pulmonary thromboem-
bolism through computerized tomography during
admission. Low molecular weight heparin was initiat-
ed. During treatment, a skin discoloration was no-
ticed in her lower extremities, and after thorough
evaluation, the patient was diagnosed Kaposi's sar-
coma by a skin biopsy. Although thromboembolic
events are expected during inflammatory diseases,
Kaposi's sarcoma development is not. We identified
the immunosuppression as the most probable cause
of Kaposi's sarcoma development.

Key words: Crohn's disease, pulmonary thromboem-
bolism, Kaposi's sarcoma, inflammatory bowel disea-
se.

Crohn hastaligi, gastrointestinal sistemin kronik inf-
lamatuar bir hastahgidir. Hastalik, gastrointestinal
sistemin herhangi bir balimini tutabildigi gibi, nere-
deyse tum organ sistemlerde de ekstraintestinal
semptomlara neden olabilir. Crohn hastalarinda
tromboz ve tromboembolik olaylar normal popilas-
yondan daha sik gérilir. Ayni zamanda hastaligin
aktivitesini kontrol altina almak icin kullanilan ilacla-
rin da birgok yan etkisi vardir. Bu ilaclarla ilgili ana
problemlerden biri imminsipresyon olup enfeksiyon-
lara veya maligniteye yol acabilir. Crohn hastalig
tanisi olan 62 yasinda bayan hasta, nefes darlig
sikéyetiyle basvurdu. Cekilen toraks bilgisayarli to-
mografisinde pulmoner tromboemboli saptandi ve
disik molekiler agirlikh heparin tedavisi basland.
Tedavi siresinde alt ektremitede renk degisim farke-
dildi. Yapilan cilt biyopsisinde Kaposi sarkomu tanisi
kondu. Her ne kadar inflamatuar hastaliklarda trom-
boembolik olaylar gelisebilse de, sarkom gelismi
beklenmemektedir. Diger tim nedenler diglandiktan
sonra hastada en muhtemel neden hastaligi kontrol
etmek icin kullanilan imminsopresif tedavi olarak
belirlendi.

Anahtar Sézcikler: Crohn hastaligi, Pulmoner trom-
boemboli, Kaposi sarkomu, Inflamatuar barsak hasta-

hg.
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Inflammatory bowel disease (IBD) commonly refers to
ulcerative colitis (UC) and Crohn disease (CD), which are
chronic inflammatory diseases of the gastrointestinal tract.
Although the etiology of IBD is unknown, environmental,
infectious, genetic, autoimmune, and host factors have
been suspected. Interactions among these factors may be
more important (1). The disease may affect both genders
and nearly all age groups (2).

Extra-intestinal manifestations  (EIMs) of inflammatory
bowel disease (IBD) have been reported to involve almost
every organ system. The prevalence of at least one EIM in
recent population-based studies of patients with IBD
ranges from 6% to 47% (1). Not only the diseases, but
also the drugs, that are used to control the disease activi-
ty may cause many side effects. The most important side
effect is immunosuppression (3,4).

The current report describes a patient with Crohn’s dis-
ease-induced pulmonary thromboembolism and Kaposi’s

sarcoma.

CASE

A 62-year-old woman was admitted to our clinic with
complaints of cough, sputum, and shortness of breath.
She had no history of smoking history, but diagnosed with
type 2 diabetes mellitus, hypertension, and Crohn’s dis-
ease, which was diagnosed four months prior.
Methylprednisolone, cyclophosphamide, and mesalamine
treatment was initiated four months ago. Her blood pres-
sure was 115/60 mmHg. She was hospitalized for hypox-
emic, hypercapnic respiratory failure (PaO2: 45 mmHg,
PaCO,: 50 mmHg, pH: 7.4, HCOs3: 28 meqg/L) at room
air. Widespread superficial varices on both lower extremi-
ties and a 6x4 cm brown-colored lesion with radial exten-
sion to the periphery on right anterolateral of tibia were
present upon inspection (Figure 1). The respiratory exam-
ination revealed an increased respiratory rate (24
breaths/minute) and biphasic rhonchi. The pulmonary
function test (PFT) resulted forced vital capacity
(FVC):1290 ml, (55%), forced expiratory volume in 1
second (FEV1): 970 ml, (50%) and a ratio of FEV1/FVC
75%. The laboratory evaluation demonstrated a normal
leukocyte count, erythrocyte sedimentation rate of 40
mm/hour, and CRP of 1.6 (N: 0-0.5) mg/I. Urine analysis
revealed (3+4) proteinuria and 0.5 gr proteinuria with
Esbach’s method. There was no abnormal finding except
plate atelectasis at the lower left zone of the posteroante-
rior chest x-ray (Figure 2). We performed thorax comput-
erized tomography (CT) to explain the hypoxemia and
assess the lung involvement of Crohn’s disease. There
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were widespread pulmonary thrombi at both pulmonary
arteries with coexisting plate atelectasis in the lower left
lobe (Figure 3a and b). The transthoracic Echocardiog-
raphy revealed stage 1 diastolic dysfunction, minimal
mitral regurgitation, normal left ventricular systolic func-

tions (ejection fraction: 65%), systolic pulmonary arterial

pressure: 35 mmHg, and no right ventricular dysfunction.

Figure 1: The brown-colored skin lesion; the outer circular lesion shows
the biopsy site

Figure 2: Chest x-ray: plate atelectasis at the left lower zone (black
arrow)

The patient diagnosed with a non-massive pulmonary
thromboembolism. Low molecular weight heparin was
initiated according to body weight. Doppler ultrasound of
venous lower extremities did not reveal thrombosis. The
eye examination revealed hypertensive retinopathy. After
bronchodilator treatment, biphasic rhonchi resolved, and
improvement was observed at the control PFT (FVC:
1710 ml (74%), FEV1: 1380 ml (72%), and a ratio of
75%). Mean blood pressure was 120/80 mmHg. Arterial
blood gas analysis revealed the following: PaO,: 82
mm/Hg, PaCO,: 39 mm/Hg in ambient air.
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The dermatology consultation for the skin lesion raised
the suspicion of Kaposi’s sarcoma after a thorough exam-
ination and the elimination of other possible skin diseases.
The skin biopsy from the lesion in the lower right extremity
was obtained and revealed the diagnosis of Kaposi’s
sarcoma. HIV serology was negative with both ELISA and
Western blot techniques. While the treatment for pulmo-
nary embolism was on-going, the patient was referred to

the dermatology department for Kaposi’s sarcoma follow-

up.

Figure 3a and b: Pulmonary thrombi ot both pulmonary arteries (white

arrows show the thrombi)

DISCUSSION

Respiratory involvement in patients with inflammatory
bowel disease (IBD) has been reported since 1986 (5,6).
Thrombocytosis and thromboembolic events resulting
from a hypercoagulable state in patients with IBD can
lead to pulmonary embolism or thrombosis elsewhere in
the body (7). Factors such as inflammation, fluid deple-
tion, immobilization, surgery, steroid therapy, and the use
of central venous catheters are prothrombotic risk factors
in patients with IBD. The development of thromboses may
be related to thrombocytosis and an increase in acute-
phase reactants during active inflammation (1).

Due to the nonspecific presentation of pulmonary embo-
lism, the differential diagnosis is varied and extensive,
especially in hospitalized patients with coexisting cardiac
or pulmonary disease. Common considerations include

congestive heart failure, exacerbation of chronic lung
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disease, postoperative atelectasis, and viral pleurisy. Arte-
rial blood gas analysis is helpful but not diagnostic. Arte-
rial hypoxemia and hypocapnia are usually present with
embolism. Hypercapnia, on the other hand, is rare (8).
Hypercapnia appears with embolism only in patients with
marked antecedent ventilation limitations or when such
limitations have been imposed because the patient is on
controlled mechanical ventilation when embolism occurs
(8). The current patient was initially diagnosed with ob-
structive pulmonary disease because of hypoxic hyper-
capnic respiratory failure. A CT scan was conducted for
the pulmonary involvement of Crohn’s disease and diag-
nosed pulmonary thromboembolism.

A population-based study in adults suggests that IBD
patients have a three-fold greater risk compared to sub-
jects without IBD of developing deep venous thrombosis
and pulmonary embolism (1). Thrombosis has been re-
ported in 1.8% of patients with UC and 3.1% of patients
with CD (1).

Toruner et al. (9) showed that the prothrombotic gene
may be present in IBD patients. Although Factor V Leiden
mutation is the most frequent cause of inherited throm-
bophilia (1), inherited thrombophilia markers (Factor V
Leiden and Prothrombin 20210A) were negative at this
case. The Doppler ultrasound was also negative for
thrombus. These findings led to the thought that the etiol-
ogy of thrombus may be induced through an underlying
disease.

Cases with ulcerative colitis or Crohn’s disease that de-
veloped varied bronchopulmonary problems were report-
ed by Camus et al. (10). These include: 1) airway in-
flammation: in the form of subglottic stenosis, chronic
bronchitis, severe chronic bronchial suppuration, bron-
chiectasis, and chronic bronchiolitis; 2) varied patterns of
interstitial lung disease: mainly bronchiolitis obliterans
with organizing pneumonia, pulmonary infiltrates, and
eosinophilia; and 3) miscellaneous other forms of in-
volvement including striking neutrophilic necrotic paren-
chymal nodules and serositis (11).

Kaposi’s sarcoma is a rare and slowly progressive spin-
dle-cell tumor thought to be derived from the endothelial
cells and primarily affects the skin. It can be accompanied
by a range of symptoms from minimal mucocutaneous
disease to extensive organ involvement. There are mainly
four types of Kaposi’s sarcoma: epidemic of AIDS-related,
immunocompromised, classic or sporadic, and endemic
(African) (12-14).

This entity can occur following solid-organ transplantation
or in patients receiving immunosuppressive therapy. Ali-
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hough the incidence of Kaposi’s sarcoma is increased
100-fold in transplant patients (15,16), it is extremely rare
in the patients receiving the treatment for inflammatory
bowel disease (16,17). Our patient was HIV negative and
there were no other risk factors such as infrequent bath-
ing, chronic steroid requiring dermatitis, and the patient
did not live in any territory that was endemic of Kaposi's
sarcoma in Africa. In this case, the most probable cause
was immunosuppressive therapy for Crohn’s disease.

As a conclusion, patients with Crohn’s disease should be
under supervision for pulmonary involvement and short-
ness of breath with an acute onset should raise the suspi-
cion of pulmonary embolism even without any evident
probable cause. Additionally, clinicians should be aware
of side effects of immunosuppressive drugs, including
sarcoma development.
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