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“Love, work, and knowledge are the wellspring of our life. They should also govern it.”
(W. Reich, 1933)

The analysis of the co-occurrence of different intra-oral symptoms other than burning and several
unexplained extra-oral symptoms reported by patients suffering from burning mouth syndrome
(BMS) and psychiatric comorbidities, such as anxiety and depression, (Schiavone et al,, 2012; de
Souza et al., 2012) hypochondria and cancerophobia (de Souza et al., 2012), has led to the notion
that BMS is a much more complex disease. BMS may belong to the category of an undifferentiated
somatoform disorder (Mignogna et al.,, 2011). Additionally, a recent study has demonstrated that
specific BMS symptoms are associated with excessive psychiatric symptoms, such as anxiety with
taste changes and oral malodor, and depression with metallic taste and a sensation of film on the
gums (Davies et al., 2016).

It has been postulated that all the current alternative terminologies of BMS, such as glossodynia,
glossopyrosis and oral dysesthesia, and classification as primary and secondary (Scala et al., 2003)
and/or type I, 11, and III (Muzyka and De Rossi, 1999; Lamey and Lewis, 1989) are inaccurate and
not sufficiently comprehensive to explain the complexity of symptoms associated with this disease
(Fortuna et al., 2013; Fortuna and Pollio, 2012a and b).
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Therefore, the new terminology “Complex Oral Sensitivity Disorder” (COSD) was proposed,
although not validated or field tested yet (Fortuna et al., 2013). The related diagnostic criteria
remain, to some extent, quite broad, but more accurate than those proposed by both the
International Headache Society (IHS) (Headache Classifications Subcommittee of the International
Headache Society, 2004) and the International Association of the Study of Pain (IASP) (Merksey and
Bogduk, 1994).

The absence of more specific diagnostic criteria and definition seems to reside in its
etiopathogenesis that still remains controversial, because it may involve multiple aspects
(Balasubramaniam et al., 2009): local, such as salivary gland dysfunction (Granot and Nagler, 2005),
altered mineral salivary composition (Pekiner et al., 2009; Cho et al., 2010), altered mucosal blood
flow (Heckmann et al., 2001), and systemic factors, such as hormonal imbalance (Gao et al., 2009)
hematinic-vitamin deficiency (Lin et al,, 2012), serum cytokines level (Pekiner et al., 2008), taste
damage (Bartoshuk et al, 2005), chorda tympani dysfunction (Eliav et al., 2007), and steroid
dysregulation (Woda et al., 2009).

Similarly, neuropathic mechanisms due to central (Albuquerque et al.,, 2006; Jaaskelainen et al.,
2001; Hagelberg et al., 2003) and peripheral (Ito et al., 2002; Granot and Nagler, 2005; Lauria, et al.,
2005; Just et al, 2010) nervous system impairment as well as psychiatric/psychosocial
disturbances (Amenabar et al., 2008; Malik et al,, 2011; Mignogna et al,, 2011; de Souza et al.,, 2012;
Schiavone et al., 2012; Adamo et al., 2013; Lopez-Jornet et al,, 2015) have been implicated.

Therefore, it is not surprising that diagnosis and management still appear an enormous challenge
and enigma (Klasser et al,, 2008; Klasser et al., 2011b). Indeed, there is no universally accepted and
definitive therapy for COSD. Rather, there are multiple therapeutic approaches (Klasser et al.,
2011a), mainly based on patients’ symptoms (Klasser et al.,, 2011b). Those include pharmacological
(topical and systemic) such as anesthetics (Sardella et al., 1999), benzodiazepine (Grushka et al.,
1998; Gremeau-Richard et al., 2004; Amos et al,, 2011; Ko et al,, 2012), antidepressants (Maina et
al,, 2002; Yamazaki et al., 2009), and atypical antipsychotic agents (Maina et al.,, 2002; Rodriguez-
Cerdeira and Sanchez-Blanco, 2012); non-pharmacological, such alpha lipoic acid (Femiano et al,,
2000; Femiano and Scully, 2004; Palacios-Sanchez et al., 2015) acupuncture (Jurisic Kvesic et al,,
2015; Sardella et al., 2013), herbal-homeopathic remedies (Sardella et al., 2008; Spanemberg et al.,
2012; Lopez-Jornet et al 2011b; Lopez-Jornet et al 2013; Cano-Carrillo et al., 2014; Valenzuela at al.,
2015), tongue protector (Lépez-Jornet P, et al 2011a), capsaicin (Petruzzi et al., 2004; Marino et al,,
2010; Silvestre et al., 2012), vitamin and mineral supplement (Cho et al,, 2010; Sun et al., 2013),
and psychological, such as cognitive-behavioral therapy (Bergdahl et al., 1995; Humphris et al,,
1996). All of them can be used alone or in combination.

Many of the above-mentioned interventions are based on randomized double-blind controlled
trials, in which the study group has demonstrated statistically significant beneficial effects as
compared to the control group, confirming the initial hypothesis “that specific
medication/intervention” has helped the patient to improve his/her oral symptoms and possibly
his/her quality of life.

However, interestingly enough, it has been recently shown that a spontaneous resolution of the
symptoms may occur in a portion of the control population as a result of treatment with a placebo.
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The mean placebo response as a fraction of drug response over ten studies was 72%, suggesting a
robust placebo response (Kuten-Shorrer et al., 2014).

Those data have been recently confirmed by another study, showing that a simple informative
intervention where clinicians reassure the BMS patient about his/her condition resulted in a
significant reduction of symptoms and better quality of life (Brailo et al., 2016).

These findings seem to support the concept that the oral health-care provider plays a pivotal role in
the overall management of COSD patients.

Over the past 10 years, I have had the chance of seeing several hundreds of COSD patients and, at
the beginning of my career as a clinician and scientist, [ really thought that a “simple medication”
and “15-minute consultation and delivery of diagnosis” were adequate to lead those patients to a
complete clinical remission. | was very wrong, and now I approach these individuals in a different
way.

There is no doubt that medications are definitely helpful in controlling oral symptoms, but are
those medications alone capable of giving long-term satisfactory results to the patient?

At their initial visit, many COSD patients start their story by reporting that their oral symptoms
began immediately after a dental appointment, such as a hygiene session, or a restorative or
endodontic treatment. They blame their dentist, thinking for instance that he/she did not use sterile
instruments and passed them some sort of infections.

Then, they report seeking help from one practitioner only to end up seeing multiple providers, but
they usually encounter the following all-too-familiar dialogue: “You are healthy! There is nothing
wrong inside your mouth!" These patients then present to us with a heavy and thick folder/binder
full of clinical data, laboratory investigations, and radiological images.

How is it possible that they have such debilitating oral symptoms if there is nothing visibly wrong
inside their mouths? This usually generates a profound feeling of frustration. Patients start to feel
scared, exhausted, tired, defeatist, fed up, bored, hostile, and closed to any dialogue, resulting in
alterations to their social life, and isolation from family, friends, and colleagues. In turn, this latter
group begins to think that it has become too difficult and burdensome to keep up with whomever in
the family is tormented by these symptoms, thus abandoning the patient both physically and/or
emotionally.

[ have heard many times: “I am sorry, doctor, but I do not feel comfortable in socializing, such as
having a dinner with my friends or husband/wife or sons/daughters anymore, because of this
(pointing at their mouth). I just want to stay at home and be alone”. I have very often seen COSD
patients crying in desperate need of help, and some have even admitted to contemplating suicide.

At this point, our primary responsibility is to validate their signs and symptoms, telling them - and
whomever is with him/her in the consultation room - that those symptoms represent a real specific
disease, that fortunately it is not a life-threatening disease per se, but, rather, one that can be
extremely debilitating.
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This seems to be a crucial moment for the patients: after many months - or sometimes even years,
somebody told them and their relatives that they are not “crazy”, and that they have not been
imagining their symptoms. Thus, they start feeling slightly relieved and often start crying, because
they perceive that they might have found the “right” doctor, as their last hope.

This may represent the beginning of an early empathic relationship (therapeutic immediacy)
(Hoglend, 2014) between the patient and the oral health-care provider, which will result in a great
positive benefit in terms of patient management.

However, at the initial consultation and diagnosis phase, COSD patients still expect “something” to
treat their symptoms. This should be based on the current knowledge of COSD treatment as
described in the literature. However, in the long-term a medication-based therapeutic approach
alone might not be sufficient for many COSD patients.

Interestingly, many patients tend to report their oral symptoms immediately and then seem to
forget the reason why they have come and start talking about many other apparently unrelated
issues: their past, their family/relatives, their friends/foes, their hobbies, their job, their vacation,
their pets, and so on. Indeed, during follow-up appointments, I prefer beginning the conversation
with my patients by asking them about several things they mentioned at their previous visit. It can
be related to their oral symptoms or not; it does not matter, because patients know that they have
found somebody who cares for them, and not by just simply prescribing medications, vitamins, or
nightguards.

This means that when COSD patients present, they are not simply describing their oral symptom(s),
but rather their entire lives.

[ have in fact learned from my patients that a predominant role in their management is related to
the “transference relationship”, those aspects of the patient-provider relationship involving
transference defined as “the patient’s patterns of feelings, thoughts, perceptions, and behavior that
emerge within the therapeutic relationship” (Hoglend, 2014).

However, in this context, I used this term to indicate an emotional entanglement between the oral
health-care provider and the patient, characterized by verbal and non-verbal interactions, conveying
physical and/or emotional closeness, warmness, and affection, with the ultimate aim to improve the
patient's oral discomfort and, thus, their quality of life.

In fact, at some moment, during the period of management, when the transference relationship has
become well established, regardless of the therapeutic approach being administered, you will be
hearing from the patient: “Well doctor, I feel much better; actually the discomfort is still there, but I
do not care much about it!”; “I have been returning to my normal life: I started going out with my
friends and family, enjoying a meal with them. I have also begun a new hobby or... I have come back

to my previous hobby”; “Thank you, doctor! You saved my life! Now, [ am happy and my family is
happy as well”.

How is it possible that they are happy and that “we saved their lives” if their discomfort - although
decreased in intensity - is still present in the oral cavity?
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Due to the transference relationship, which has become stronger and stronger through multiple
(and more frequent, at least initially), appointments, COSD patients sense reassurance, as
previously demonstrated (Brailo et al. 2016), are listened to, and feel supported not only
scientifically but emotionally, which provides them with hope. They very likely have learnt how to
gradually move the dimension of their problem: since their quality of life has remarkably improved,
this clearly outweighs their oral symptoms, and there is no doubt that the empathic role of the oral
health-care provider is a significant part of this healing process, which requires time, patience, and
love.

After many years of experience with COSD patients and having listened to a vast variety of different
stories, | now have this ultimate goal in my mind when I treat them, since the complete resolution
of oral symptoms cannot always be obtained in every COSD patient.

COSD patients will also become aware that you are the person/oral health-care provider they can
trust and rely upon. They will understand what condition they are experiencing, and gradually
accept it, resulting in an active participation of the patient in the overall therapeutic plan and better
compliance.

When oral discomfort subsides - although not totally disappeared - and the patient has returned to
his/her normal life with serenity and satisfaction, this might be the right time to discuss possible
psychological interventions, because they now trust you and are prepared to comply with your
recommendations. They have now become convinced that the dental visit was just the triggering
event and not the real cause of their symptomatology and that part or all of their oral discomfort
may derive from physical and/or emotional event(s) dating back many years.

Therefore, oral health-care providers who want to embark upon this challenging field require not
only a high level of knowledge but also a caring attitude with excellent communication skills as
every patient is unique in their presentation, and requires an individualized tailored treatment plan
based on the COSD patient’s disposition. Patient confidence is paramount; hence, privacy is
necessary. In some cases, family members or friends should be encouraged to leave the
consultation room.

In conclusion, based on my clinical experience, treatment for COSD patients cannot rely exclusively
upon a pharmacologic/psychotherapeutic approach, without the active intervention of an oral
health-care provider. I have learnt how a strong transference relationship between the oral health-
care provider and the COSD patient will result in remarkable therapeutic effects contributing to the
patient’s understanding of his/her disease, diseases acceptance, and compliance to different
therapeutic options. I am convinced that this aspect should be incorporated into COSD patient-oral
health-care provider communication/relation, as a part of the overall management aimed at
supporting and integrating patient’s pharmacological treatment plan.

This is also what I teach in my undergraduate and postgraduate oral medicine courses: when it
comes to treating COSD patients, the goal is to obtain the most efficacious therapeutic effect.

Of course, I would like to hear from my colleagues, and I invite them to share their personal
experience with COSD patients in the Journal.
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