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Manuscript History It is rare to find a patient with pulsating abdomen in the emergency
room. We report a patient with pulsating abdomen having a rare
diagnosis Twiddler's syndrome. Twiddler's syndrome is a permanent
malfunction of the cardiac pacemaker due to the patient’s manipulation
of the pulse generator. Due to this, the leads are dislodgedand can
Keywords:- stimulate ipsilateral phrenic nerve leading to rhythmic diaphragmatic
Twiddler's syndrome. pacing and sensation of pulsating abdomen. This is a rare case report of
an elderly male with Twiddler's syndrome resulting in pacemaker
malfunction secondary to lead retraction. He subsequently underwent
lead repositioning and appropriate counseling of not to manipulate the
pacemaker pulse generator within its skin pocket.
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Introduction:-

Very rarely a physician in the emergency room encounters a patient with a pulsating abdomen. A common
differential diagnosis which strikes your mind is some vascular mass like an aortic aneurysm. We report here a case
with pulsating abdomen with a diagnostic dilemma finally having a cardiac cause: Twiddler’s syndrome. This
syndrome was first described in 1968 by Byliss and refers to permanent malfunction of a pacemaker due to the
patient’s manipulation of the pulse generator [1]. The process usually starts with deliberate or subconscious
manipulation of the pacemaker’s pulse generator in a capacious pocket. Due to this, the leads are dislodged and the
ventricular pacing stops. These dislodged leads can stimulate ipsilateral phrenic nerve leading to rhythmic
diaphragmatic pacing and sensation of pulsating abdomen.

Case Report:-

A 70-year-old male patient presented to the emergency department with a history of syncope and continuous
uncomfortable pulsations in his abdomen for several hours (video 1). On arrival, he was found to have rhythmic
twitching of the right arm. He was admitted one month back with a similar history of syncope and was diagnosed as
symptomatic complete heart block. Permanent transvenous RV endocardial pacing through left subclavian was done
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(VVIR mode and rate 60/min). After discharge from the hospital, he was admitted to repeatedly manipulating the
pacemaker in his left pectoral region. This time, physical examination revealed heart rate of 32 beats/minutes, blood
pressure of 92/70 mmHg. He had no cognitive deficit. ECG showed complete heart block with pacemaker spikes
and failure to capture (fig 1). Chest X ray showed coiled and retracted right ventricular lead and rotated pulse
generator (fig 2). The patient underwent successful lead repositioning with strong counseling to avoid further
manipulation of the device.

Fig 1:-ECG
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Fig 2:- Chest X-ray

Discussion:-

Twiddler's syndrome is a rare but potentially lethal complication of cardiac pacemaker treatment. The pacemaker
Twiddler's syndrome has an estimated frequency of around 0.007- 7% [2,3].The majority of cases are diagnosed
with in the first year of implant although it can occur any time after device implantation[4,5].Our patient presented
after four weeks of permanent pacemaker implantation. The earliest reported case of this syndrome is at about 17
hours [2]. Late pacemaker Twiddler’s syndrome has also been reported by some authors [6].

The risk factors for the condition include female gender, obesity, elderly age group, impaired cognition and a
smaller sized implanted device relative to its pocket [2,7,8]. An associated increased laxity of the subcutaneous
tissues particularly in elderly patients facilitates further dislodgement of the device [4,5].

The majority of patients deny manipulating the device [9].Our patient; however, admitted manipulating the device
which could have been avoided by better patient education. This manipulation of the device by the patient may have
dislodged the leads which may have stimulated the ipsilateral phrenic nerve causing diaphragmatic contractions,
occasional spasms of involuntary respiration or hiccups and a sense of pulsating abdomen. Further coiling and
withdrawal of the lead can cause stimulation of brachial plexus, resulting in rhythmic arm twitching [1,5,9].

This syndrome can be easily diagnosed on plain X - ray chest which gives a clear image of lead coiling and device
rotation [5]. Some people often ignore this simple, rapid and cheap investigation and proceed to Holter monitoring.
Minimizing the pocket size and suturing the device generally prevent the development of this syndrome. Some
authors have advocated the use of a Dacron patch, which stabilizes the pulse generator by promoting tissue in
growth, in all cases of device implantation [10]. Active fixation of leads is also encouraged.
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Conclusion:-

Twiddler's syndrome is a rare complication of permanent pacemaker implantation with potential catastrophic
consequence generally diagnosed with in the first year of implantation. Treatment involves repositioning of
dislodged leads and suture fixation of lead and pulse generator within its pocket.
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